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ABSTRACT
Background Children with a life- limiting 
condition often require extensive and complex 
care, much of which is provided by their parents 
at home. There is a growing body of research 
that aims to understand the experiences of these 
parents, but the majority of this research is from 
mothers’ perspectives, meaning that fathers’ 
experiences are not well understood.
Objectives To identify and synthesise findings 
from existing qualitative studies that have explored 
the experiences of fathers of children with a life- 
limiting condition.
Methods A systematic review of qualitative 
research was conducted using thematic synthesis. 
Searches were conducted in MEDLINE, CINAHL, 
EMBASE, PsycINFO and Social Science Citation 
Index.
Results Findings from 30 studies were included, 
representing the experiences of 576 fathers of 
children with a range of diagnoses including 
cancer, cystic fibrosis, genetic and neurological 
conditions. Themes detailed fathers’ experiences 
of uncertainty and shock around the time of 
their child’s diagnosis, their accounts of a ‘new 
normal’, difficulties in discussing their emotions, 
forming relationships with and seeking support 
from professionals and working fathers’ role 
conflicts. They discussed the life- changing nature 
of their child’s diagnosis, an event that affected 
all aspects of their lives from everyday activities, 
to their relationships, spirituality, values and 
ambitions.
Conclusions Fathers experience many 
difficulties in response to their child’s 
diagnosis and ongoing treatment. 
Findings highlight the need for healthcare 
professionals to recognise individual family 
dynamics and the evolving role of the father. 
Fathers’ responses are not widely understood, 
and research that directly addresses their own 
well- being is warranted.

BACKGROUND
Life- limiting conditions are those for which 
there is no reasonable hope of cure and 
from which a child or young person will 
eventually die, for example, Batten disease 
or Duchenne muscular dystrophy. Life- 
threatening conditions are those for which 
treatment may be feasible but can fail, for 
example, cancer or heart failure.1 From 
here on in, ‘life- limiting condition’ will refer 
to life- limiting and life- threatening condi-
tions. Between 2001 and 2018 the preva-
lence of life- limiting conditions in children 
and young people in England increased 
from 26.7 per 10 000 to 63.2 per 10 000.2 
Many of these children are dependent on 
medical technologies, such as ventilation,3 
or gastrostomy feeds.4 Furthermore, they 
often require multiple medications either 
for the direct treatment of their condition 
or for pain and symptom management.5

Key messages

What was already known?
 ⇒ Fathers are significantly under- represented 
in parental studies of children with a life- 
limiting condition.

What are the new findings?
 ⇒ Fathers describe uncertainty related to 
their child’s condition and to their own 
role.

 ⇒ They describe challenges in forming 
relationships with and seeking support 
from healthcare staff.

What is their significance?
 ⇒ Healthcare professionals should be 
accommodating of fathers’ concerns and 
contributions to their child’s care as the 
role of the father evolves.

 ⇒ Research that focuses on the mental 
health and well- being of these fathers is 
warranted.
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In most cases, parents provide this complex and 
extensive care for their child, often with limited 
external support.6 Parental caregiving encompasses a 
range of responsibilities, including managing personal, 
emotional and medical care, advocacy in education 
and healthcare settings, researching the condition and 
treatment in order to inform medical decision- making, 
organising instrumental daily activities such as commu-
nication and transport, as well as ‘typical’ parental 
responsibilities.7 Palliative care forms an essential part 
of the care that some of these children receive, often 
from the point of diagnosis.8

Providing parents with support has long been 
recognised as being fundamental to paediatric pallia-
tive care9 and is well represented in guidelines for care 
professionals.10 The need for such is reflected in the 
growing body of research that focuses on the experi-
ences and perspectives of parent caregivers. Existing 
studies focus largely on parental coping and quality 
of life,11 12 psychosocial outcomes,13 perceptions of 
and preferences for support14 15 and lived experi-
ences,16 predominantly in oncology settings. Reviews 
have sought a more comprehensive understanding of 
current knowledge surrounding parental experiences, 
leading to new insights and recommendations for 
practice.17

However, a major limitation of this existing body 
of research is the under- representation of fathers in 
parental samples and the limited consideration of 
how fathers’ experiences or accounts may differ in 
studies that do include both mothers and fathers. For 
example, a recent meta- ethnography of the experi-
ences of parents of children with a life- limiting condi-
tion18 included 17 studies; 6 of which focused solely 
on the experiences of mothers, 10 on those of both 
mothers and fathers and just 1 exclusively on the expe-
riences of fathers. Furthermore, as recognised by the 
author, the mixed sample studies were heavily biased 
towards mothers.

From these accounts, we therefore know very little 
about how and why fathers experiences may differ, 
and any support or intervention for parents is likely 
to be founded on minimal input from fathers.19 
Therefore, the overall aim of this systematic review 
and qualitative synthesis was to identify and synthe-
sise qualitative findings related to the experiences 
of these fathers to understand issues that matter to 
them.

METHODS
Study design
This review protocol was registered with PROSPERO 
CRD42020167076 (https://www.crd.york.ac.uk/pros-
pero/display_record.php?RecordID=167076) and 
was reported in accordance with Enhancing Transpar-
ency in Reporting the synthesis of Qualitative research 
(ENTREQ) guidelines.20

Eligibility criteria
Inclusion criteria
Studies were included if

 ► They used qualitative research methods to explore 
fathers’, step- fathers’, adoptive fathers’ or long- term 
foster fathers’ experiences of having a child of any age 
with a life- limiting condition diagnosed in childhood. 
This included bereaved fathers.

 ► ≥60% of the child population were diagnosed with a 
life- limiting condition as defined by the diagnoses listed 
in the search strategy.

 ► They used a mixed- methods approach and the qualita-
tive data were reported separately and could be clearly 
extracted.

 ► They were published in English.

Exclusion criteria
Studies were excluded if

 ► They included the experiences of other participants that 
is, mothers or professionals.

Search strategy
The search strategy was developed using terms for 
life- limiting conditions,21 father, children and a qual-
itative filter was applied (see Medline search strategy 
in online supplemental material). The SPIDER tool22 
was used to define terms for each concept and advice 
was sought from an information specialist during 
initial development. Searches were run in electronic 
databases MEDLINE, CINAHL, EMBASE, PsycINFO 
and Social Science Citation Index from inception to 20 
March 2020, using a combination of Medical Subject 
Headings (MeSH), keyword and free- text terms. 
Electronic searches were supplemented with citation 
searching, searching reference lists of included articles 
and a Google Scholar advanced search for grey litera-
ture. Searches were imported to Endnote,23 duplicates 
removed and uploaded to Covidence24 for screening. 
Title and abstract screening was undertaken by two 
reviewers and discussions were held after each 1000 
studies had been screened. Any disagreements were 
resolved through discussion with a third reviewer. The 
full texts of potentially relevant studies were reviewed 
against the inclusion criteria by the same two reviewers 
and any disagreements resolved as above.

Data extraction
Key characteristics of each study, including authors, 
year of publication, year of data collection, country, 
setting, aims, methodology and methods and sample 
characteristics were extracted. All data labelled as 
‘findings’, ‘results’ or pertaining to such, such as results 
reported in the discussion, were extracted to NVivo 
V.12.25 This included authors’ interpretations as well 
as quotes from participants.

Quality appraisal
Each of the selected studies was subjected to 
quality appraisal using the Critical Appraisal Skills 
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Programme,26 using a modified version of the tool27 
to allow for greater clarity in assessing the philosoph-
ical position of studies and how this translated to their 
methods and methodologies. Studies were given a 
rating of ‘high’, ‘medium’ or ‘low’ quality though no 
studies were excluded on the basis of quality as this has 
not been shown to improve the quality of the review 
and may lead to unwarranted exclusions.28

Synthesis
Thematic synthesis29 was selected due to its accessi-
bility, its ability to synthesise heterogeneous studies 
from a range of epistemological positions and its suit-
ability for exploring under- researched areas.30 Text 
was coded line- by- line to create a bank of codes and 
concepts that were translated across studies. More 
than one code could be assigned to a line and new 
codes were added when necessary. Descriptive themes 
were developed by grouping codes together based on 
similarities and analytical themes were developed to 
‘generate new interpretive constructs, explanations 
or hypotheses’.29 Articles were each analysed to the 
same extent and in an order determined by diagnostic 

category to explore potential differences between 
these throughout the analysis. For example, studies on 
fathers of children with cancer, who are often studied 
as a distinct population and viewed as qualitatively 
different to children with other life- limiting condi-
tions, were coded last, in order to assess whether these 
studies added any significantly different concepts to 
the coding structure. An assessment was also made as 
to the extent to which lower- quality studies contrib-
uted to the coding structure and theme development. 
Coding was carried out by one reviewer (VF) with 
regular input from the review team during the devel-
opment of descriptive and analytical themes.

RESULTS
Identification and selection of studies
The electronic database searches identified 4273 
unique results. A total of 4210 studies were excluded 
during title and abstract screening leaving 61 papers, 
that were assessed against the eligibility criteria 
during the full- text screening. Thirty- one papers were 
excluded during full- text screening leading to the 
inclusion of 32 papers from 30 studies (figure 1).

Figure 1 Preferred Reporting Items for Systematic Reviews and Meta- Analyses flowchart showing the inclusion of 32 studies from 
the 7082 identified.
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Characteristics of included studies
Studies were published between 1997 and 2019 with 
data collection taking place between 1978 and 2019. 
The majority of the included papers were published 
in the USA (17), followed by the UK (4), Canada (3) 
and Australia (2). There was one paper each from New 
Zealand, Ireland, Hong Kong, Sweden and Brazil. 
There were 27 papers from peer- reviewed journals, 5 
were PhD theses (online supplemental table 1).

All but one study used semistructured interviews 
for data collection, and the others used focus groups. 
Where stated, methodologies included phenome-
nology, narrative approach, grounded theory, life- story 
and mixed methods. Most studies employed a form of 
thematic or content analysis.

Characteristics of participants and their children
The included studies represented the experiences of 
576 fathers including biological fathers, stepfathers 
and adoptive fathers. This included bereaved fathers. 

Sample sizes for studies generally ranged from 6 to 
24, though three studies included larger sample sizes 
of 60, 63 and 167. From the demographics that were 
reported, the age range of the fathers was 23–65 years. 
They came from a range of educational backgrounds 
and occupations. The majority were married/cohab-
iting with the mother of their child/children and were 
in employment (online supplemental table 1).

Fifteen articles (from 13 studies) focused on fathers 
of children with cancer,31–45 five on fathers of children 
with a congenital heart defect,46–50 three on fathers of 
children with cystic fibrosis,51–53 two on fathers of chil-
dren with neurological conditions54 55 and one focused 
on fathers of children with a genetic condition.56 
Six studies were not diagnosis specific and included 
fathers of children with a range of life- limiting and 
life- threatening conditions.57–62 The children were 
aged between infancy and 27 years but were all diag-
nosed in childhood (online supplemental table 1).

Table 1 Relationship between codes, descriptive themes and analytical themes

Analytical themes Descriptive themes Codes

Uncertainty: introduction and 
adaptation

Experience of diagnosis
Coping with diagnosis
Thinking about the future

Feeling helpless during diagnostic period
Waiting for diagnosis
Diagnosis did not seem real
Diagnosis brings uncertainty
Planning ahead
Identifying cause
Trying to take control
Waiting for appointments
Seeking prognosis
Knowledge helps to feel safe

A new normal Relationships with family and friends
Values and perspectives
Day- to- day life

A lot of travel
Constant presence of illness
Condition continually demanding
Constant hypervigilance
Disruptions to everyday life
Spontaneity is difficult
Others do not understand
Relationship with partner became stronger
Conflict with partner
Lack of support from friends and family

Professionals reinforcing fathers’ role 
perceptions

Emotional experiences
Sharing of emotions and support
Relationship with professionals

Lack of sensitivity from healthcare professionals
Lasting emotional impact of hospital experience
Lack of information
Need reassurance from professionals
Treated differently to mothers
Lack of recognition of emotional strain
Support more readily available for mothers
Perceived as being the strong parent
Need to be strong for others
Loneliness for fathers

Working fathers: role conflict Workplace experiences Career adaption due to diagnosis
Able to work remotely
Lack of understanding at work
Colleagues understanding
Unable to concentrate
Loss of employment
Work restricts appointment attendance
Pressure to succeed at work
Opportunities for support restricted by work
Would like more flexibility at work
Pressures at home affected work
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Quality appraisal
The majority of the studies were of medium to high 
quality (online supplemental information). The 
majority of studies had clear aims and objectives for 
which qualitative designs were suitable. Sampling 
strategies and data collection methods were generally 
well defined and appropriate for the research area. 
Reflexivity was poorly discussed in many studies and 
the relationship between researcher and participant 
was not always clear.

Results of thematic synthesis
Line- by- line coding led to the development of 245 
codes (examples of which can be seen in table 1). Simi-
larities between codes were identified and which were 
then grouped into 10 descriptive themes. The descrip-
tive themes were synthesised further to develop four 
analytical themes (table 1), which are described below 
and illustrated with quotes from the included studies.

Uncertainty: introduction and adaptation
New uncertainty
Uncertainty dominated fathers’ accounts of their 
child’s condition. Three subthemes (figure 2), organ-
ised temporally, form this theme; the introduction of a 
new uncertainty prediagnosis, the transition to a new 
form of uncertainty at diagnosis and finally fathers’ 
adjustment to this uncertainty post diagnosis.

The period before diagnosis varied for fathers, 
though many endured difficult ‘battles’, multiple 
hospital visits, demanding conversations and long 
waits in order to get a confirmed diagnosis.31 33 36 55 57 60 
Fathers gave several reasons for this delay, including a 
lack of existing knowledge surrounding their child’s 
condition. This delay caused frustration, deepened 
fathers’ uncertainties and often left them feeling 
helpless.

Delay in diagnosis was due to several causes: 
inadequate medical resources; current state of 
knowledge of childhood cancers; and, in one case, 
turf issues between medical personnel.36 (quote 
from study authors, cancer, USA)
The ‘delay’ and long time that passed between the 
onset of symptoms and diagnosis, combined with 
various exams the child has to take, generate anxiety, 
anguish, and uncertainty.55 (quote from study 
authors, Duchenne Muscular Dystrophy, Brazil)

Diagnosis: devastation and disbelief
Diagnosis was shocking for fathers31 33 36 40 42 54–57 60 
with many unable to comprehend the reality of what 
had happened.34 40 43 52 54 57 58 60 Despite some diag-
noses confirming fathers’ expectations, this sense 
of shock was prominent in their accounts, perhaps 
demonstrating a sense of hope leading up to diagnosis. 
Fathers expressed a range of negative emotions such 
as sadness,38 48 anger,38 56 57 devastation,34 36 52 57 60 
helplessness33 34 43 44 48 55 58 and described feeling over-
whelmed.53 60 Some described feelings of grief and 
loss over their child’s future,36 42 54 55 60 62 and loss of 
their expected experience of fatherhood.60 Fathers 
described diagnosis as both a surreal but traumatic 
event; like being ‘thrown into a hurricane’,62 like a 
‘bomb’55 and like being ‘smacked in the guts with a 
sledgehammer’.34

You feel that you’ve been taken out of your life and 
put into somebody else’s movie…the wrong movie. 
Like if you were watching a film in the theatre and 
when they change the reels, they put on a reel from 
a different movie…it’s that disorienting. It’s a very 
alienating experience.58 (life- limiting conditions, 
USA)
A feeling of devastation, yes, you know that 
somehow the world changed from what it was an 
hour and a half before.60 (quote from participant, 
life- limiting condition, UK)

Regaining control
The uncertainty that fathers experienced in the period 
leading up to their child’s diagnosis, evolved at diag-
nosis. Here, uncertainties related to their child’s 
condition and treatment, including potential causes 
of illness, and their child’s future. Fathers struggled to 
make sense of the diagnosis and information seeking 
played a part in their behavioural response to such.36 41 
For some there was an initial, transient form of infor-
mation seeking, for some to find an explanation for 
or seeking to attribute blame for their child’s condi-
tion.34 36 40 45 56 58

We had a dog, did the kid play with the dog too 
much?!’ Some wondered if they themselves had 
done something wrong: ‘I did construction on the 
house. Did I bring some contaminated material into 
the house?58 (quote from study participant, life- 
limiting conditions, USA)
I blamed myself because I should have told him 
not to eat cup noodles for lunch every day. The 
preservatives might have caused his disease.40 (quote 
from study participant, cancer, Hong Kong)

Other information seeking related to prognosis, trajec-
tory and living with the condition, and this helped 
some fathers to assert some control in areas they felt 
could be managed. Fathers straightforwardly described 
focusing on ‘what needed to be done’,31 taking ‘one day 
at a time’,38 the ‘here and now’,52 ‘tackling things 
head on’,59 ‘getting on with it’43 and a determination 

Figure 2 Subthemes of analytical theme 1.
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that the illness could be ‘beaten’.62 Many fathers also 
described their faith or religion as being important 
throughout this period and beyond,31 35 38 53 54 58 the 
importance of which sometimes heightened as a result 
of their child’s illness. Fathers sought to regain control 
through understanding and began to consider that 
uncertainty would be a part of their lives, and despite 
the unsettling nature of this uncertainty, accepting and 
adapting.

…in the last few years I've found I became more 
positive you know, trying to…not live with kind of 
a cure, just trying to live with it…the bottom line 
is…none of us know what is going to happen to us 
tomorrow anyhow.51 (quote from study participant, 
cystic fibrosis, Ireland)
One way in which the fathers dealt with the 
unpredictability of the disease and their lack of 
control over it was to set their sights on more 
immediate and achievable goals, such as becoming 
the advocate of their child.36 (quote from study 
authors, cancer, USA)

A new normal
Fathers’ lives were often consumed with fighting or 
‘battling’ their child’s illness,35 36 43 47 55 58 so much 
so that relationships, daily activities, priorities, 
values and spirituality were all affected to create a 
‘new normal’.

Fathers discussed the transformative nature of illness 
on their relationships with family and friends. Many 
worried about their partners, who were most often the 
primary caregiver. Fathers talked about their concern 
for their family’s well- being and a desire to support 
and protect them,35 38 41 43 50 by being ‘the rock of the 
family’.39 This concern for and the prioritisations of 
others, could leave fathers feeling lonely and isolated. 
Some relationships became practical, with many 
couples only seeing one another while taking over from 
one another in their child’s care at hospital.38 42 44 57 
Some fathers described their relationships as growing 
stronger, with many fathers expressing gratitude for 
and pride in their partner.33 41–43 54

…fathers experience themselves as being in a battle 
for their child’s and their family’s health and well- 
being, a perception that arise when looking for 
possibilities to be together, get information about 
the child’s disease, and be involved in the child’s 
care. During such times, fathers struggle to cope 
with their own experiences and feelings.47 (quote 
from study authors, congenital heart defect, Ireland)

Relationships with extended family members and 
friends were also affected and resulted in shifts in 
fathers’ social circles. Much of this was related to 
fathers seeking those with a shared understanding, 
that was not present in their existing relationships, for 
example through support groups.32 35 38 42–44

Some parents experience insensitivity and avoidance 
from friends when dealing with their child’s 

illness (Patterson et al., 2004), increasing the 
importance of finding other parents who share their 
circumstances.31 (quote from study authors, cancer, 
USA)

Some fathers also described positive transformations 
in regard to their outlook on life. They discovered 
new meanings in life and reassessed their prior-
ities and values. Some discovered the meaning of 
community after receiving financial, emotional and 
practical support from their local communities.

It’s just been a heck of a ride. But I’m very grateful 
for the fact that she is still alive today, and she’s 
a beautiful young lady.54 (quote from study 
participant, cerebral palsy, USA)

Professionals’ reinforcing fathers’ role perceptions
This theme incorporated two concepts: how fathers 
perceived their role and emotional needs, and how 
this was often reinforced through their interactions 
with healthcare professionals. Figure 3 demon-
strates the relationship between these subordinate 
concepts.

Keeping emotions hidden from others
Fathers experienced a range of emotions and chal-
lenges in their everyday lives at, and beyond, diagnosis. 
Fathers discussed the overwhelming and turbu-
lent nature of their emotional worlds.31 32 57 59 They 
described mental strain,31 exhaustion,33 42 44 47 49 56 
loneliness,32 36 41 42 44 47 53 59 60 vulnerability47 58 and 
sadness.32 33 41 47 59 Fathers described an underlying 
anxiety related to a fear of bad news,32 48 51 59 the 
trajectory of the illness49 51 56 and relapse.42

Liam described how he is affected emotionally by 
the illness spontaneously and acknowledges how 
his emotional world affects his thoughts about the 
future: I get really upset about it sometimes often 
at the most random time yeh you’d be having a 
completely normal time and then all of a sudden it 
hits you oh my god.57 (quote from study authors and 
participant, life- limiting conditions, UK)

Some fathers also described the constant and underlying 
fear they had of exposing their child to unnecessary 

Figure 3 Reciprocal relationship between subthemes of 
theme 3.
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risk or missing important symptoms, resulting in a 
state of hypervigilance and further contributing to 
their exhaustion.31 33 36 37 42 43 49 51 57

There was a sense of exhaustion from constant 
hyper- vigilance while taking responsibility for their 
child’s safety and being the omnipotent protector 
proved a tough task, from which it was difficult 
to escape.49 (quote from study authors, congenital 
heart defects, UK)

Fathers discussed keeping these emotional strug-
gles hidden from their families out of a concern 
that they would cause further suffering to those 
around them.32 35 42–44 48–52 55 57 59 60 62 In focusing 
on the needs of others fathers were able to deflect 
from their own experiences and minimise their own 
suffering36 37 43 44 49 51 55 57 60; to discuss their distress 
would be too difficult and they did not have the tools 
to do so.32 44 51 55 57

It may have also served as protection from 
potentially overwhelming emotions which could 
jeopardise the role of container; perhaps a focus 
on practicalities provided an escape from their own 
emotional responses so they could avoid upsetting 
others.49 (quote from study authors, congenital 
heart defect, UK)

Conversely the need for and the value of support was 
recognised, sometimes in hindsight:

You can bury down as long as you want. You can 
push it (emotion) away and try not think about it 
or just ignore it. But, eventually, it is going to come 
back to the surface. Deal with it.39 (quote from study 
participant, cancer, USA)

Fathers: the forgotten parent in healthcare settings
In prioritising the needs of their families, fathers posi-
tioned themselves as supportive figures. On reflection, 
some fathers believed that their own needs and opin-
ions went unnoticed, and was reinforced in healthcare 
settings, both in relation to their child’s care and their 
own well- being.32 43 51 52 Some described a lack of 
recognition from professionals and felt that healthcare 
systems were predominantly biased towards engaging 
with mothers, leaving fathers on the periphery of their 
child’s care.31–33 41 43 44 49 50 52 54 56 57 59–61 This lack of 
interaction and communication resulted in fathers 
feeling helpless, surplus to requirement, isolated and out- 
of- control.31 49 56 59 60 Sometimes this exclusion was due 
to ‘competing responsibilities’50 though many fathers 
expressed a desire to be more involved in their child’s 
care.

Well I don’t know that they necessarily cared about me 
that much. I think that they were more concerned…
about my wife be- cause she was the one that was 
carrying the child and having to deal with the issues. 
You know, they let me know what was basically going 

on but I was kind of odd man out.56 (quote from study 
participant, genetic conditions, USA)
Fathers experienced intense emotion; however, they 
described themselves as “alone,” “strong,” and “to 
themselves”.44 (quote from study authors, cancer, 
Canada)

Fathers experienced uncertainty and fear when profes-
sionals did not communicate effectively or involve 
them in the decision- making.33 47 49 58 In contrast to this, 
feeling understood and recognised by professionals 
seemed to help fathers to cope with their child’s diag-
nosis. Regardless of the news they received, if infor-
mation was clear, they felt a greater sense of control 
and part of a team in their child’s care emphasising the 
importance of fathers feeling listened to, understood 
and an integral part of their child’s care rather than an 
‘observer’49 or ‘spectator’.56 Fathers valued straight-
forward, honest, knowledgeable, approachable and 
calm professionals.31 35 36 45 47 58 61

Fathers also feel safe and recognized as an important 
member of the family when health care professionals 
not only give their time but also stand by the fathers’ 
side and help them fight for their families’ right to 
get information and be together.47 (congenital heart 
defect, UK)

Working fathers: role conflict
Many fathers felt that it was their responsibility to 
earn money for their families, with some describing 
the financial ‘worry’ or ‘burden’ as falling to them 
to address.35 37 This was in part discussed in relation 
to their assumptions about the paternal role,32 35 37 50 
and in part, in relation to what worked best for indi-
vidual families.33 For some working fathers, balancing 
their roles was manageable, and work provided a 
respite function and an opportunity to discuss other 
things.42 43 Furthermore, several fathers did take on 
the role of primary caregiver, sometimes attributed 
to flexible workplaces or self- employment.41 45 For 
others, finding the balance between home and work 
was overwhelming, making it difficult to focus at work 
and prompting job security fears53 59 Similarly, some 
described a lack of opportunity to spend time with 
their child and family due to work commitments,46 
sometimes due to being tired, contributing to feelings 
of guilt and isolation.

Juggling home routines, hospital visits, and work 
responsibilities, some fathers experienced a decrease in 
workplace productivity and in several cases, employer 
sanction or dismissal resulted.44 (cancer, Canada)
I’m mostly just there to play with [the ill child]…
Sometimes I feel guilty if I have a bad day at work or 
something like that, and she wants to play, and I’m 
tired or stuff like that, I sort of feel guilty in the back 
of my mind.59 (life- limiting conditions, USA)

Work commitments also meant that some fathers 
were not able to attend their child’s appointments, 
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leaving them with a further sense of disconnect from 
their families and from their child’s care. This lack 
of involvement made building relationship with the 
healthcare professionals very difficult. This sense of 
isolation was highlighted when fathers were unable to 
discuss their situation at work.

Yet another father sadly revealed that he had not 
been able to attend any appointments with his child 
for more than a year.56 (genetic conditions, USA)
I’m in sales. Do you think my customers want to 
hear “Well gee, my daughter’s got a brain tumor”? 
So I keep that inside–so out of my 200 customers, 
maybe 12 know about her.36 (cancer, USA)

Having supportive employers and colleagues who 
granted fathers flexible working schedules and time 
off when needed, appeared to make things easier for 
fathers, not only in terms of workplace productivity, 
but in being able to balance life in a way that worked 
for them, adding an element of control to an uncertain 
situation. Furthermore, it made work a more pleasant 
place where fathers could maintain some ‘normality’. 
The value of this in making them feel understood, 
valued and in control was evident in fathers’ accounts 
of both positive and negative experiences of workplace 
support:

I lost my job because…sometimes you have to go “oh 
my son is sick”; some don’t understand…It’s not all 
the time they [are] going to accept it and you need 
your job to be done and you are not there all the 
time …So finally I ended up losing my job and my 
wife also lost her job because of that.59 (quote from 
study participant, life- limiting conditions, Canada)
Flexible work arrangements and general workplace 
support were key factors that helped these fathers 
adjust to increased caretaking demands.31 (quote 
from study authors, cancer, USA)

DISCUSSION
This qualitative synthesis highlights the challenges and 
emotions experienced by fathers of children with a 
life- limiting condition beginning with a great deal of 
uncertainty in the period leading up to their child’s 
diagnosis. This uncertainty was amplified by a lack of 
information from healthcare professionals and fathers 
described feeling fearful and helpless. Adjustment and 
acceptance followed diagnosis, though the extent to 
which this occurred varied between individuals. They 
discussed the life- changing nature of their child’s diag-
nosis, an event effecting all aspects of their lives from 
their everyday actions, to their relationships, spiritu-
ality, values and ambitions. Fathers described them-
selves as supportive figures who often put the needs of 
their partner and child/children before their own. This 
included concealing their own emotions out of fear 
that they would cause distress for others. The way in 
which professionals engaged with fathers further vali-
dated their own perceptions of needing to be a strong 
and protective figure. Working fathers struggled to 

balance their roles at home and at work, and a lack of 
workplace support caused further distress.

Illness uncertainty has been described as ‘the 
appraisal of illness and its treatment as ambiguous or 
unpredictable, or feelings of having insufficient infor-
mation to cognitively organise the illness event’ and has 
been associated with psychological distress in parents 
of children with chronic conditions.63 Fathers in this 
study described their uncertainty, throughout diag-
nosis and treatment, and partly attributed this to a lack 
of information surrounding their child’s condition. 
The way in which fathers managed this uncertainty, 
through emotional suppression and problem- focused 
coping for example, is consistent with experiences 
reflected in wider parental literature, paternal research 
in neonatal intensive care unit (NICU) settings11 64 65 
and literature on coping.66 Uncertainty is common in 
paediatric palliative care, and coupled with a loss of 
control, appears to dominate many families’ experi-
ences.67 Although the way in which fathers discussed 
and managed their uncertainty related to their child’s 
condition did not differ noticeably to what is repre-
sented in existing literature, this review emphasises 
the extent to which it occupied their experiences, and 
highlights fathers’ unique perspectives of both contrib-
uting factors and means by which they felt empow-
ered and able to adapt to uncertainty. Existing studies 
recommend targeting this uncertainty as a means of 
reducing psychological distress.63

Wider parental literature on childhood life- limiting 
illnesses describes parents as ‘travelling a different 
pathway’ to the expected.16 For many parents, life 
becomes about ‘battling’ their child’s illness, and 
day- day- day living revolves around such.18 68 Shifts 
in existing relationships with friends due to a loss 
of common interests can lead to a withdrawal from 
existing social circles and a shift towards those with a 
shared understanding.69

Fathers’ experiences of grief, shock, devastation and 
sadness are also synonymous with those described 
in wider maternal and parental palliative care liter-
ature.9 11 70 However, this review emphasised how 
fathers’ experiences were shaped by gendered ideas 
of emotional expression, with their minimal outward 
display of emotion satisfying the ‘strong and stoic’ tradi-
tional sociocultural idea of masculinity.71 Some explic-
itly linked their reluctance to discuss their emotions to 
masculinity, while for others it was linked to a more 
subliminal desire to protect their families from further 
emotional distress. Not so clear, were the differences 
between fathers for whom performing this supportive 
role was helpful and for whom it was fulfilled out of 
perceived obligation, though many fathers described a 
helplessness leading to role uncertainty.

This role uncertainty has been described in wider 
literature on fathers’ transitions to parenthood.72 In 
the context of life- limiting illness, this element of role 
uncertainty is a particular struggle given that fathers 
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feel unable to protect their child against their condi-
tion. This issue was reflected in the way in which fathers 
described their experiences in healthcare settings, 
sometimes feeling a lack of involvement often due to a 
perceived lack of engagement from healthcare profes-
sionals. The issue of father involvement and support 
is reflected across paediatric healthcare settings and 
is improving, particularly in NICU settings.65 Fathers 
have been shown to seek help, participate in decision- 
making and contribute to their child’s care when they 
feel accepted and comfortable enough to be assertive, 
though engaging them can be difficult if they already 
perceive their role to be a supportive one.73

Closely related to this are the challenges faced by 
working fathers in balancing responsibilities at home 
and at work. There were few fathers in this study who 
assumed the role of primary caregiver for their child, 
with the majority being in employment, following the 
traditional role division that still exists more gener-
ally.13 However, many fathers expressed a desire to be 
more heavily involved in their child’s care, which was 
sometimes made difficult by their workplace respon-
sibilities. Studies show that employees with care-
giving responsibilities are at a higher risk of negative 
workplace outcomes, such as dismissal74 75 which was 
reflected in fathers’ anxieties related to their perfor-
mance at work. Research also shows that limited 
uptake of additional paternity leave is in part due to 
concerns over a lack of employer support76 which 
further highlights the struggles faced more generally 
by fathers at work. Existing research focuses heavily 
on female caregiver discrimination in the workplace,77 
meaning that not much is known about problems 
faced by men when they have caregiving responsibil-
ities, particularly fathers of unwell children for whom 
treatment and caring responsibilities may extend over 
many years. On the other hand, flexible working poli-
cies have increased across the workforce in recent 
years78 and allow for individuals to balance their 
work–home roles more easily which was also reflected 
in fathers’ positive accounts of workplace support. 
However, access to flexible working arrangements are 
not uniform and are affected by occupational group.78 
Other positive experiences related to fathers’ work 
serving as a respite function, allowing them to main-
tain a sense of self. These positive and negative experi-
ences emphasise the importance of workplace support 
for parents and the recognition that more fathers want 
to be involved in the care of their children as well as 
maintain employment.

STRENGTHS AND LIMITATIONS OF INCLUDED 
STUDIES
This review had a number of strengths. It included 
the experiences of 576 fathers across multiple coun-
tries and settings. Findings were drawn from these 
perspectives, shedding light on the unique experiences 
of fathers. Thematic synthesis allowed for rigorous 

analysis and the inclusion of a studies from a range 
of methodologies, settings and diagnoses. As far as we 
aware, this is the first review in this area that includes 
father- only studies. A recent meta- ethnography of 
fathers’ experiences of caring for a child with a life- 
limiting condition, included studies in which mothers’ 
experiences were also sought.79 Including ‘father- only’ 
studies was a significant criterion in protocol devel-
opment, as discussed with a family advisory board of 
parents of children with life- limiting conditions, who 
felt that this was important. Many of our findings 
share similarities with those of Postavaru and Swaby79 
emphasising the uncertainty, helplessness and isola-
tion often experienced by these fathers, as well as the 
impact of the perception of the male role in shaping 
these experiences. In this review, this was emphasised 
through the role conflict experienced by working 
fathers.

It was beyond the scope of the review to include 
studies published in languages other than English. 
Fifteen of the included studies were focused on the 
experiences of fathers of children with cancer and 
those that included a broad range of life- limiting 
conditions also included fathers of children with 
cancer, meaning that there was further bias towards 
oncology settings. Studies were published interna-
tionally and reflected the views of fathers across an 
array of healthcare structures. Studies were published 
between 1997 and 2019 and data were collected 
between 1978 and 2019 providing experiences that 
span many years, across changing healthcare systems, 
medical developments and societal views. There was a 
lack of cultural diversity among the included partici-
pants. Inconsistent indexing across databases, as well 
as use of non- standardised terminology across qual-
itative methodologies and low quality or absence of 
abstracts, contributes to the complexities of locating 
studies in qualitative research. However, the search 
strategy was extensive and allowed for the identifica-
tion of 32 papers from 30 studies.

CONCLUSION
This review explored the experiences of fathers of chil-
dren with a life- limiting condition. Four main themes 
were identified: fathers’ experiences of uncertainty, 
a ‘new life’, their reluctance to discuss emotions and 
how this can be reinforced by interactions with health-
care professionals and some of the challenges faced by 
working fathers. Father’s described their experiences 
of grief, trauma, shock, devastation, exhaustion, hyper-
vigilance and uncertainty, though few studies explored 
well- being specifically and the longer- terms effects of 
such are unknown. In addition to these difficulties, 
fathers often faced problems in forming relationships 
with healthcare professionals and role conflict in trying 
to maintain employment throughout their child’s 
illness, contributing to them feeling like observers in 
their child’s care. Workplaces should strive for flexible 
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policy that allows for both mothers and fathers to be 
involved in their child’s ongoing care, especially as 
parental roles are evolving beyond the more dichoto-
mous traditional norms. Further research is required 
to understand the nuances of working fathers’ work 
and home role balance and what this means in terms 
of support needs.

Many of the issues discussed by fathers are risk factors 
for poor psychological outcomes, but further research is 
needed to assess the burden of such on fathers of children 
with a life- limiting condition. Furthermore, research is 
heavily situated in oncology settings meaning that parents 
of children with other conditions are under- represented. 
These studies demonstrate that although historically it 
has been difficult to recruit fathers, it is possible to do 
so in adequate numbers. However, the recruitment of 
fathers in future research should aim for more diversity; 
culturally, in diagnostic groups and in recruiting fathers 
from different family structures.
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Supplemental material; search strategy for Medline 
 

1. Fathers/ 

2. father*.tw. 

3. dad*.tw. 

4. stepfather*.tw. 

5. step-father*.tw. 

6. (foster* adj3 father*).tw. 

7. (adopt* adj3 father*).tw. 

8. 1 or 2 or 3 or 4 or 5 or 6 or 7 

9. child/ or child, preschool/ or infant/ 

10. Adolescent/ 

11. (child$ or children$).tw. 

12. (infant$ or infancy$).tw. 

13. (baby or baby$ or babies).tw. 

14. (toddler$ or kid or kids).tw. 

15. (boy or boys or boyhood or girl or girls or girlhood).tw. 

16. (minor or minor$ or schoolchild$).tw. 
17. (adolescen$ or juvenil$ or youth$ or teen$ or "under age$" or underage$ or 
pubescen$).tw. 

18. (pediatric$ or paediatric$ or peadiatric$).tw. 

19. (young people$ or young person$).tw. 

20. young adult$.tw. 

21. 9 or 10 or 11 or 12 or 13 or 14 or 15 or 16 or 17 or 18 or 19 

22. life-limiting illness*.tw. 

23. life-limiting condition*.tw. 

24. life-limiting disease*.tw. 

25. life-threatening illness*.tw. 

26. life-threatening condition*.tw. 

27. life-threatening disease*.tw. 

28. Creutzfeldt-Jakob Syndrome/ 

29. (creutzfeldt-jakob$ or jakob-creutzfeldt$ or cjd or spongiform encephalopath$).ti,ab,kf. 

30. Subacute Sclerosing Panencephalitis/ 
31. (subacute sclerosing panencephalit$ or sub-acute sclerosing panencephalit$ or sspe or 
subacute sclerosing leukoencephalit$ or sub-acute sclerosing leukoencephalit$ or van 
bogaert$ leukoencephalit$ or measles inclusion body encephalit$ or mibe).ti,ab,kf. 

32. beta-Thalassemia/ 

33. (beta adj (thalass?emi$ or thalas?emi$)).ti,ab,kf. 

34. ((thalass?emi$ or thalas?emi$) adj major).ti,ab,kf. 

35. exp Anemia, Aplastic/ 

36. ((hypoplastic or aplastic) adj an?emi$).ti,ab,kf. 

37. (medullary adj3 hypoplas$).ti,ab,kf. 

38. exp Neutropenia/ 

39. ((severe or chronic$) adj3 neutropeni$).ti,ab,kf. 
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40. immunologic deficiency syndromes/ or acquired immunodeficiency syndrome/ 

41. (immun$ deficiency adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

42. (immunodeficiency adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

43. DiGeorge Syndrome/ 
44. (digeorge$ or di george$ or sedlackova$ or opitz g-bbb or velocardiofacial or velo-
cardiofacial or velo-cardio-facial or shprintzen$ or ctaf).ti,ab,kf. 
45. ((deletion or vcf or pharyngeal pouch or thymic aplasia or anomaly face) adj (syndrome$ 
or disease$ or disorder$)).ti,ab,kf. 

46. Common Variable Immunodeficiency/ 
47. ((common variable or late onset) adj3 (immunodeficienc$ or immune deficienc$ or 
immunoglobulin deficienc$ or hypogammaglobulin$)).ti,ab,kf. 

48. acquired hypogammaglobulin$.ti,ab,kf. 

49. Cryoglobulinemia/ 

50. cryoglobulin?em$.ti,ab,kf. 

51. Polyendocrinopathies, Autoimmune/ 

52. ((autoimmune or failure$) adj3 (polyglandular$ or polyendocrin$)).ti,ab,kf. 

53. Progeria/ 

54. (progeria or hutchinson-gilford$).ti,ab,kf. 

55. Tyrosinemias/ 

56. tyrosin?em$.ti,ab,kf. 

57. Maple Syrup Urine Disease/ 

58. (maple syrup urine or msud).ti,ab,kf. 

59. branched chain.ti,ab,kf. 

60. (bckd adj5 (deficienc$ or ketoacid$ or keto-acid$)).ti,ab,kf. 

61. hyperleucine-isoleucin$.ti,ab,kf. 

62. Methylmalonic Acid/ 
63. (methylmalonic acid?emi$ or methylmalonic aciduri$ or methyl malonic acid?emi$ or 
methyl malonic aciduri$).ti,ab,kf. 

64. Propionic Acidemia/ 
65. (propionic acid?em$ or propionic acidur$ or propionyl-CoA carboxylase deficienc$ or 
ketotic glycin?em$).ti,ab,kf. 

66. Adrenoleukodystrophy/ 
67. (adrenoleukodystroph$ or x-ald or schilder-addison$ or addison-schilder$ or 
adrenomyeloneuropath$).ti,ab,kf. 

68. Carnitine O-Palmitoyltransferase/ 
69. ((carnitine palmityltransferase or carnitine palmitoyltransferase or carnitine o-
palmityltransferase or carnitine o-palmitoyltransferase) adj3 deficienc$).ti,ab,kf. 

70. Fanconi Syndrome/ 

71. (fanconi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

72. Cystinosis/ 

73. (cystinos$ or cystine storage or cystine diathes$ or cystine disease$).ti,ab,kf. 

74. Oculocerebrorenal Syndrome/ 
75. ((lowe or lowes or oculocerebrorenal or cerebrooculorenal or cerebro-oculo-renal) adj3 
(syndrome$ or disease$ or disorder$)).ti,ab,kf. 

76. Metalloproteins/df [Deficiency] 

77. Molybdenum/df [Deficiency] 
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78. (molybdenum cofactor deficien$ or molybdenum co-factor deficien$).ti,ab,kf. 

79. Oxidoreductases Acting on Sulfur Group Donors/df [Deficiency] 

80. Sulfite Oxidase/df [Deficiency] 

81. ((sulphite$ or sulfite$) adj3 oxidase deficien$).ti,ab,kf. 

82. Argininosuccinic Acid/ 

83. (argininosuccinic acidur$ or argininosuccinic acid?emi$).ti,ab,kf. 

84. Citrullinemia/ 

85. (citrullin?emi$ or citrullinuri$).ti,ab,kf. 

86. Amino Acid Metabolism, Inborn Errors/ 

87. (glutaric acid?emi$ or glutaric aciduri$).ti,ab,kf. 

88. Hyperglycinemia, Nonketotic/ 
89. (glycine encephalopath$ or non-ketotic hyperglycin?emi$ or nonketotic 
hyperglycin?emi$).ti,ab,kf. 

90. Hyperargininemia/ 

91. (arginin?emi$ or arginase deficien$ or hyperarginin?emi$).ti,ab,kf. 

92. Renal Aminoacidurias/ 

93. (aminoaciduri$ or aminoacid?emi$).ti,ab,kf. 

94. exp glycogen storage disease/ 

95. (glycogen storage adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

96. (pompe$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

97. Galactosemias/ 

98. galactos?emi$.ti,ab,kf. 

99. Pyruvate Dehydrogenase Complex Deficiency Disease/ 

100. (pyruvate dehydrogenase adj3 deficien$).ti,ab,kf. 

101. (oxalosis and (renal or kidney$)).ti,ab,kf. 

102. exp Gangliosidoses/ 

103. gangliosidos$.ti,ab,kf. 

104. (sandhoff$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

105. tay sach$.ti,ab,kf. 

106. Mucolipidoses/ 

107. mucolipidos$.ti,ab,kf. 

108. Canavan Disease/ 
109. (canavan$ leucodystroph$ or aspartoacylase deficien$ or aminoacylase 2 
deficien$).ti,ab,kf. 
110. ((canavan$ or canavan-van bogaert-bertrand$) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

111. Gaucher Disease/ 

112. (gaucher$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

113. (glucocerebrosidase deficien$ or glucosylceramidase deficien$).ti,ab,kf. 

114. Leukodystrophy, Metachromatic/ 
115. (metachromatic leukodystroph$ or arylsulfatase A deficien$ or metachromic 
leukodystroph$).ti,ab,kf. 

116. exp Niemann-Pick Diseases/ 

117. (niemann-pick$ or sphingomyelinase deficien$).ti,ab,kf. 
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118. Sphingolipidoses/ 

119. sphingolipidos$.ti,ab,kf. 

120. Fabry Disease/ 

121. (fabry$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

122. (angiokeratoma corporis diffusum or alpha-galactosidase A deficien$).ti,ab,kf. 

123. Leukodystrophy, Globoid Cell/ 

124. (krabbe$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
125. (globoid cell leukodystroph$ or galactosylceramide lipidos$ or galactosylcerebrosidase 
deficien$ or galactosylceramidase deficien$).ti,ab,kf. 

126. Farber Lipogranulomatosis/ 

127. (farber$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
128. (farber$ lipogranulomatos$ or ceramidase deficien$ or fibrocytic 
dysmucopolysaccharidos$).ti,ab,kf. 

129. Pelizaeus-Merzbacher Disease/ 

130. pelizaeus-merzbacher$.ti,ab,kf. 

131. Sulfatases/df [Deficiency] 

132. Multiple Sulfatase Deficiency Disease/ 

133. (sulfatase deficien$ or sulphatase deficien$ or mucosulfatidos$).ti,ab,kf. 

134. (austin$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

135. sulfatidos$.ti,ab,kf. 

136. Sea-Blue Histiocyte Syndrome/ 

137. sea-blue histiocyt$.ti,ab,kf. 

138. Neuronal Ceroid-Lipofuscinoses/ 

139. (batten$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
140. (neuronal ceroid lipofuscinos$ or santavuori-haltia$ or jansky-bielschowsky$ or 
bielschowsky-jansky$).ti,ab,kf. 

141. (kuf$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

142. spielmeyer vogt$.ti,ab,kf. 

143. Xanthomatosis, Cerebrotendinous/ 
144. ((cerebrotendineous or cerebrotendinous or cerebrotendious or cerebral) adj3 
(xanthomatos$ or cholesteros$)).ti,ab,kf. 

145. bogaert-scherer-epstein$.ti,ab,kf. 

146. Wolman Disease/ 

147. (wolman$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

148. lysosomal acid lipase deficien$.ti,ab,kf. 

149. exp Mucopolysaccharidoses/ 

150. mucopolysaccharidos$.ti,ab,kf. 

151. (hurler$ adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

152. (hunter$ adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
153. (MPS1 or MPS2 or MPS3 or MPS4 or MPS5 or MPS6 or MPS7 or MPS-1 or MPS-2 or 
MPS-3 or MPS-4 or MPS-5 or MPS-6 or MPS-7 or MPSI or MPSII or MPSIII or MPSIV 
or MPSV or MPSVI or MPSVII or MPS-I or MPS-II or MPS-III or MPS-IV or MPS-V or 
MPS-VI or MPS-VII).ti,ab,kf. 

154. (beta glucuronidase deficien$ or sly syndrome$ or sly disorder$ or sly disease$).ti,ab,kf. 

155. (maroteaux-lamy$ or marotaeux-lamy$ or polydystrophic dwarfism).ti,ab,kf. 
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156. (morquio$ or moriquio$ or beta galactosidase deficien$).ti,ab,kf. 

157. (sanfilippo$ or sanfillipo$).ti,ab,kf. 

158. Mucolipidoses/ 

159. (mucolipidos$ or pseudo-hurler$ or pseudohurler$).ti,ab,kf. 

160. ((inclusion-cell or i-cell) adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

161. Fucosidosis/ 

162. (fucosidos$ or fucidos$).ti,ab,kf. 

163. "Congenital Disorders of Glycosylation"/ 

164. ((cdg or ctg) adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

165. (carbohydrate-deficient glycoprotein adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

166. (congenital disorder$ adj3 glycosylation).ti,ab,kf. 

167. Lesch-Nyhan Syndrome/ 

168. ((nyhan$ or kelley-seegmiller$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

169. juvenile gout.ti,ab,kf. 

170. Menkes Kinky Hair Syndrome/ 

171. menkes$.ti,ab,kf. 
172. ((copper transport or steely hair or kinky hair) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

173. alpha 1-Antitrypsin Deficiency/ 

174. (antitrypsin deficien$ or A1AD).ti,ab,kf. 

175. (AAT deficien$ or alpha-1 protease deficien$).ti,ab,kf. 

176. bisalbumin?emi$.ti,ab,kf. 

177. Lipodystrophy, Congenital Generalized/ 

178. (congenital generali?ed lipodystroph$ or berardinelli$ or bernardnelli$).ti,ab,kf. 

179. Landau-Kleffner Syndrome/ 

180. (landau-kleffner$ or infantile acquired aphasia$ or acquired epileptic aphasia$).ti,ab,kf. 

181. (aphasia$ adj5 convulsive).ti,ab,kf. 

182. Rett Syndrome/ 

183. (rett$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

184. cerebroatrophic hyperammon?emi$.ti,ab,kf. 

185. Huntington Disease/ 

186. huntington$.ti,ab,kf. 

187. exp Spinocerebellar Ataxias/ 
188. (spinocerebellar ataxia$ or ataxia$ telangiectasia$ or louis-bar$ syndrome$ or louis-bar$ 
disease$ or louis-bar$ disorder$ or machado-joseph$ or joseph$ disease$ or joseph$ 
disorder$ or joseph$ syndrome$).ti,ab,kf. 

189. Friedreich Ataxia/ 

190. ((friedreich$ or friedrich$) adj3 ataxia$).ti,ab,kf. 

191. spinocerebellar degenerat$.ti,ab,kf. 

192. "Spinal Muscular Atrophies of Childhood"/ 

193. (spinal muscular atroph$ or werdnig hoffman$).ti,ab,kf. 

194. (dubowitz$ or kugelberg-welander$).ti,ab,kf. 

195. Bulbar Palsy, Progressive/ 

196. (fazio-londe$ or faziolonde$ or progressive bulbar pals$).ti,ab,kf. 
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197. Pantothenate Kinase-Associated Neurodegeneration/ 
198. (pantothenate kinase-associated neurodegenerat$ or PKAN or hallervorden-
spatz$).ti,ab,kf. 

199. ((neurodegeneration adj3 brain iron accumulation) or NBIA$1).ti,ab,kf. 

200. Olivopontocerebellar Atrophies/ 

201. (olivopontocerebellar atroph$ or OPCA or olivopontocerebellar degenerat$).ti,ab,kf. 

202. (multiple system atrophy adj5 cerebellar).ti,ab,kf. 

203. "Diffuse Cerebral Sclerosis of Schilder"/ 

204. (alper$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

205. (progressive sclerosing poliodystroph$ or progressive infantile poliodystroph$).ti,ab,kf. 

206. (diffuse cerebral sclerosis adj5 schilder$).ti,ab,kf. 

207. Leigh Disease/ 

208. (leigh$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
209. (subacute necrotizing encephalomyelopath$ or subacute necrotising 
encephalomyelopath$ or sub-acute necrotizing encephalomyelopath$ or sub-acute 
necrotising encephalomyelopath$ or SNEM).ti,ab,kf. 

210. (aicardi-gouti?res or aicardia-gouti?res).ti,ab,kf. 

211. (worster-drought$ or congenital suprabulbar pares$).ti,ab,kf. 
212. multiple sclerosis/ or multiple sclerosis, chronic progressive/ or multiple sclerosis, 
relapsing-remitting.mp. 

213. (multiple sclerosis or disseminated sclerosis or encephalomyelitis disseminata$).ti,ab,kf. 

214. (demyelinating adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

215. exp Epilepsies, Myoclonic/ 

216. myoclonic epileps$.ti,ab,kf. 
217. ((lafora$ or merrf$ or unverricht-lundborg$ or janz$) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

218. lennox-gastaut$.ti,ab,kf. 

219. (lennox$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

220. Spasms, Infantile/ 

221. (west$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

222. Epilepsia Partialis Continua/ 
223. (epilepsia partialis continua or kojevnikov$ or epilepsia partialis continuoa or 
kozhevnikof$).ti,ab,kf. 

224. Charcot-Marie-Tooth Disease/ 

225. (charcot-marie-tooth$ or peroneal muscular atroph$).ti,ab,kf. 
226. (progressive neuropathic muscular atroph$ or hereditary peroneal nerve dysfunction$ 
or peroneal neuropath$).ti,ab,kf. 

227. "Hereditary Sensory and Motor Neuropathy"/ 

228. (hereditary sensory adj3 motor neuropath$).ti,ab,kf. 

229. (hereditary motor adj3 sensory neuropath$).ti,ab,kf. 

230. Refsum Disease, Infantile/ 

231. Peroxisomal Disorders/ 

232. (infantile refsum or infantile phytanic acid storage).ti,ab,kf. 

233. Myasthenic Syndromes, Congenital/ 

234. congenital myasth?eni$.ti,ab,kf. 
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235. Muscular Dystrophy, Duchenne/ 

236. (duchenne muscular dystroph$ or dmd).ti,ab,kf. 

237. exp Muscular Dystrophies, Limb-Girdle/ 

238. (limb-girdle or erb$ muscular dystroph$).ti,ab,kf. 

239. (sarcoglycanopath$ or sarcoglycaopath$).ti,ab,kf. 

240. Osteochondrodysplasias/ 
241. (osteochondrodysplas$ or schwartz-jampel or chondrodystrophi$ myotoni$ or 
myotoni$ chondrodystrophi$).ti,ab,kf. 

242. Myotonia Congenita/ 

243. (congenita$ myotoni$ or myotoni$ congenita$).ti,ab,kf. 

244. (thomsen$ adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

245. ((recessive adj3 myotoni$) or becker$ myotoni$).ti,ab,kf. 

246. Isaacs Syndrome/ 

247. (isaac$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

248. neuromyotoni$.ti,ab,kf. 

249. Myotonic Disorders/ 

250. (paramyotoni$ congenita$ or congenita$ paramyotoni$).ti,ab,kf. 

251. (eulenburg$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

252. (myotoni$ adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

253. pseudomyotoni$.ti,ab,kf. 

254. exp Myopathies, Structural, Congenital/ 

255. (congenital adj3 myopath$).ti,ab,kf. 

256. myopathycongenital.ti,ab,kf. 

257. ((nemaline or rod) adj3 myopath$).ti,ab,kf. 
258. ((central core or mini-core or minicore or multicore or multi-core) adj (disease$ or 
disorder$ or syndrome$ or myopath$)).ti,ab,kf. 

259. fiber type disproportion.ti,ab,kf. 

260. fibre type disproportion.ti,ab,kf. 

261. Muscular Dystrophies/cn [Congenital] 

262. (congenital$ adj5 muscular dystroph$).ti,ab,kf. 

263. ((centronuclear or myotubular) adj myopath$).ti,ab,kf. 

264. exp Mitochondrial Myopathies/ 
265. (mitochondrial myopath$ or mitochondrial encephalomyopath$ or chronic progressive 
external ophthalmopleg$).ti,ab,kf. 

266. ((melas or kearns-sayre$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

267. Quadriplegia/ and spastic$.ti,ab,kf. 

268. (spastic quadriplegi$ or spastic tetraplegi$).ti,ab,kf. 

269. Reye Syndrome/ 

270. (reye$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

271. multiple pterygium.ti,ab,kf. 

272. Hypertension, Pulmonary/ and primary$.ti,ab,kf. 
273. ((primary pulmonary or precapillary pulmonary or idiopathic pulmonary) adj 
(hypertension or ht or arterial hypertension)).ti,ab,kf. 
274. ((primary bronchopulmonary or precapillary bronchopulmonary or idiopathic 
bronchopulmonary) adj (hypertension or ht or arterial hypertension)).ti,ab,kf. 
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275. ((primary lung or precapillary lung or idiopathic lung) adj (hypertension or ht or arterial 
hypertension)).ti,ab,kf. 

276. ipah.ti,ab,kf. 

277. Cardiomyopathy, Dilated/ 

278. ((congestive or dilated) adj cardiomyopath$).ti,ab,kf. 

279. exp Cardiomyopathy, Hypertrophic/ 

280. (hypertrophic adj cardiomyopath$).ti,ab,kf. 

281. Cardiomyopathies/cn [Congenital] 

282. (congenital adj3 cardiomyopath$).ti,ab,kf. 

283. Cardiomyopathy, Restrictive/ 
284. (restrictive cardiomyopath$ or obliterative cardiomyopath$ or constrictive 
cardiomyopath$).ti,ab,kf. 

285. exp Pulmonary Fibrosis/ 
286. (pulmonary fibros$ or lung fibros$ or bronchopulmonary fibros$ or fibrosing alveolit$ 
or interstitial pneumonit$).ti,ab,kf. 

287. Respiratory Insufficiency/ 

288. (respiratory adj (failure$ or insufficienc$)).ti,ab,kf. 

289. "Cystic Adenomatoid Malformation of Lung, Congenital"/ 
290. ((cystic lung or cystic pulmonary or cystic bronchopulmonary) adj (disease$ or disorder 
or syndrome$)).ti,ab,kf. 

291. (bronchogenic cyst$ or bronchopulmonary foregut malformation$).ti,ab,kf. 

292. cystic adenomatoid malformation$.ti,ab,kf. 

293. lobar emphysem$.ti,ab,kf. 
294. (pulmonary sequestration$ or bronchopulmonary sequestration$ or lung sequestration$ 
or extralobar sequestration$ or extra-lobar sequestration$ or intralobar sequestration$ or 
intra-lobar sequestration$).ti,ab,kf. 

295. pulmolithias$.ti,ab,kf. 

296. exp Liver Failure/ 

297. ((liver$1 or hepatic) adj3 fail$).ti,ab,kf. 

298. exp Liver Cirrhosis/ 

299. (cirrhosis adj3 liver$1).ti,ab,kf. 

300. Hepatic Veno-Occlusive Disease/ 

301. ((veno-occlusive or venous occlusive) adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

302. Exocrine Pancreatic Insufficiency/ 
303. (swachman-diamond or shwachman-bodian or schwachmann-diamond or 
shwachmann-bodian).ti,ab,kf. 

304. Granulomatosis with Polyangiitis/ 

305. wegener$ granulomatos$.ti,ab,kf. 

306. (granulomatos$ adj3 polyangiit$).ti,ab,kf. 

307. Osteolysis, Essential/ 

308. essential osteolys$.ti,ab,kf. 
309. ((gorham$ or gorham-stout$ or vanishing bone or phantom bone) adj (disease$ or 
syndrome$ or disorder)).ti,ab,kf. 
310. ((arc or arthrogryposis renal dysfunction cholestasis) adj (disease$ or syndrome$ or 
disorder)).ti,ab,kf. 

311. Cerebral Hemorrhage/cn [Congenital] 
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312. Cerebral Hemorrhage, Traumatic/ 

313. Cerebral Hemorrhage/ and Birth Injuries.mp. 

314. (cerebral h?emorrhage$ and (birth$ adj3 injur$)).ti,ab,kf. 

315. Asphyxia Neonatorum/ 

316. asphyxia neonatorum.ti,ab,kf. 

317. ((perinatal$ or neonatal$ or birth$) adj3 asphyxia$).ti,ab,kf. 

318. Rubella Syndrome, Congenital/ 

319. congenital rubella.ti,ab,kf. 

320. exp Cytomegalovirus Infections/cn [Congenital] 

321. (congenital adj (cytomegalovirus$ or cmv)).ti,ab,kf. 

322. Chickenpox/cn [Congenital] 

323. exp Herpes Zoster/cn [Congenital] 

324. Herpesvirus 3, Human/ and congenital$.ti,ab,kf. 

325. ((congenital or fetal or foetal) adj3 (varicella$ or chicken pox$ or VZV)).ti,ab,kf. 

326. Toxoplasmosis, Congenital/ 

327. congenital toxoplasmos$.ti,ab,kf. 

328. exp Hypoxia, Brain/ 

329. ((brain$ or cerebral) adj3 hypoxi$).ti,ab,kf. 

330. Renal Insufficiency/cn [Congenital] 

331. Acute Kidney Injury/cn [Congenital] 

332. Renal Insufficiency, Chronic/cn [Congenital] 

333. Kidney Failure, Chronic/cn [Congenital] 
334. (congenital$ adj3 (kidney failure$ or renal failure$ or kidney insufficienc$ or renal 
insufficienc$)).ti,ab,kf. 

335. (congenital$ adj3 (kidney disease$ or renal disease$)).ti,ab,kf. 

336. Anencephaly/ 

337. (anencephal$ or meroanencephal$ or craniorachischis$).ti,ab,kf. 

338. (aprosencephal$ adj3 open cranium).ti,ab,kf. 

339. Encephalocele/ 

340. (encephalocele$ or cranium bifidum).ti,ab,kf. 

341. Dandy-Walker Syndrome/ 

342. dandy-walker$.ti,ab,kf. 

343. Acrocallosal Syndrome/ 

344. (acrocallosal or acro-callosal or acrocolossal or acro colossal).ti,ab,kf. 

345. Aicardi Syndrome/ 

346. (aicardi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

347. Holoprosencephaly/ 

348. (holoprosencephal$ or arhinencephal$ or holosprosencephal$).ti,ab,kf. 

349. Hydranencephaly/ 

350. (hydranencephal$ or hydrancephal$ or hydroanencephal$).ti,ab,kf. 

351. exp Lissencephaly/ 

352. Microcephaly/ 
353. (lissencephal$ or walker-warburg$ or miller-dieker$ or norman-robert$ or 
microlissencephal$).ti,ab,kf. 
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354. ((fukuyama$ or muscle-eye-brain) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

355. "Malformations of Cortical Development"/ 

356. (microgyria$ or microgyrus or micro-gyria$ or micro-gyrus).ti,ab,kf. 

357. (pachygyria$ or pachgyria$).ti,ab,kf. 

358. agyria$.ti,ab,kf. 

359. Septo-Optic Dysplasia/ 

360. ((septo-optic or septooptic) adj dysplas$).ti,ab,kf. 

361. de morsier$.ti,ab,kf. 

362. (schizencephal$ or schizzencephal$).ti,ab,kf. 

363. Arnold-Chiari Malformation/ 

364. chiari$ malformation$.ti,ab,kf. 

365. Truncus Arteriosus, Persistent/ 

366. (truncus or common arterial trunk$).ti,ab,kf. 

367. "Transposition of Great Vessels"/ 
368. ((transposition$ or dextrotransposition$ or dtransposition$ or levotransposition$ or 
ltransposition$) adj3 (great arter$ or main arter$ or aorta$ or pulmonary arter$ or great 
vessel$ or main vessel$)).ti,ab,kf. 

369. (dextro-tga or d-tga or levo-tga or l-tga).ti,ab,kf. 

370. (double inlet adj3 ventricle$).ti,ab,kf. 

371. DILV.ti,ab,kf. 

372. single ventricle$.ti,ab,kf. 

373. Heart Defects, Congenital/ and Atrial Appendage.mp.  

374. (isomerism adj3 atrial appendage$).ti,ab,kf. 

375. (aspleni$ or polyspleni$ or poly-spleni$).ti,ab,kf. 

376. "Tetralogy of Fallot"/ 

377. (tetralogy adj3 fallot$).ti,ab,kf. 

378. Eisenmenger Complex/ 

379. (eisenmenger$ or tardive cyanos$ or eisenmeyer$).ti,ab,kf. 

380. (pentalogy adj3 fallot$).ti,ab,kf. 

381. Pulmonary Atresia/ 

382. ((pulmonary or bronchopulmonary or lung$) adj3 atresia$).ti,ab,kf. 

383. Tricuspid Atresia/ 

384. ((tricuspid or tri) adj3 atresia$).ti,ab,kf. 

385. Ebstein Anomaly/ 

386. (ebstein$ adj (anomal$ or malformation$)).ti,ab,kf. 

387. Hypoplastic Left Heart Syndrome/ 

388. (hypoplastic left heart adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

389. ((aortic or aorta$) adj3 atresia$).ti,ab,kf. 

390. (mitral adj3 atresia$).ti,ab,kf. 

391. ((absence$ or absent$) adj3 (aorta$ or aortic)).ti,ab,kf. 

392. (aplas$ adj3 (aorta$ or aortic)).ti,ab,kf. 

393. exp Aortic Aneurysm/cn [Congenital] 

394. (((aorta$ or aortic) adj3 aneurys$) and congenital$).ti,ab,kf. 
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395. (hypoplas$ adj3 (aorta$ or aortic)).ti,ab,kf. 

396. (convulsion$ adj3 (aorta$ or aortic)).ti,ab,kf. 

397. (persistent right adj3 (aorta$ or aortic)).ti,ab,kf. 
398. ((anomalous pulmonary venous or anamolous pulmonary venous) adj (connection or 
drainage or return)).ti,ab,kf. 

399. ((absence$ or absent$) adj3 vena$ cava$).ti,ab,kf. 

400. (persistent left adj3 cardinal vein$).ti,ab,kf. 

401. Scimitar Syndrome/ 

402. ((scimitar$ or pulmonary venolobar) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
403. (arteriovenous malformations/ or intracranial arteriovenous malformations/) and 
bilateral.ti,ab,kf. 
404. ((bilateral AV or bilateral arteriovenous or bilateral arterio-venous) adj3 
malform$).ti,ab,kf. 

405. ((trachea$ or windpipe$ or wind-pipe$) adj3 atresia$).ti,ab,kf. 

406. Tracheal Stenosis/ 
407. ((trachea$ or laryngotrachea$ or glottic or subglottic or sub-glottic) adj3 
stenosis).ti,ab,kf. 

408. Bronchopulmonary Dysplasia/ 

409. ((lung$ or pulmonary or bronchopulmonary) adj3 (hypoplas$ or dysplas$)).ti,ab,kf. 
410. ((absence$ or absent$) adj3 (esophag$ or oesophag$ or foodpipe or food-pipe$ or 
gullet$)).ti,ab,kf. 

411. Intestinal Atresia/ 

412. (duoden$ adj3 atresia$).ti,ab,kf. 

413. ((absence$ or absent$) adj3 (intestin$ or gastrointestin$)).ti,ab,kf. 

414. ((intestin$ or gastrointestin$) adj3 atresia$).ti,ab,kf. 

415. ((intestin$ or gastrointestin$) adj3 stenos$).ti,ab,kf. 

416. (cloaca$ adj3 (abnor$ or malform$ or anomal$)).ti,ab,kf. 

417. (cloaca$ adj3 exopthalmo$).ti,ab,kf. 

418. Biliary Atresia/ 

419. (biliary adj3 atresia$).ti,ab,kf. 
420. (extrahepatic ductopen$ or extra-hepatic ductopen$ or progressive obliterative 
cholangiopath$).ti,ab,kf. 

421. (biliary adj3 hypoplas$).ti,ab,kf. 

422. (alagille$ adj3 atresia$).ti,ab,kf. 

423. ((absence$ or absent$) adj3 kidney$).ti,ab,kf. 

424. (potter$ adj (sequence$ or syndrome$ or disease$ or disorder$)).ti,ab,kf. 

425. Oligohydramnios/ 

426. oligohydramn$.ti,ab,kf. 

427. Multicystic Dysplastic Kidney/ 

428. ((kidney$ or renal) adj3 dysplas$).ti,ab,kf. 
429. ((meckel$ or meckelgruber$ or gruber$) adj (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

430. dysencephalia splanchnocystica$.ti,ab,kf. 

431. (pena-shokeir$ or penn-shokeir$).ti,ab,kf. 

432. (larsen$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
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433. Acrocephalosyndactylia/ 

434. acrocephalosyndactyl$.ti,ab,kf. 

435. (pfeiffer$ adj (syndrome$ or disease$ or syndrome$)).ti,ab,kf. 

436. Short Rib-Polydactyly Syndrome/ 

437. short rib$1.ti,ab,kf. 

438. (saldino-noonan$ or majewski$ or verma-naumoff$ or beemer-langer$).ti,ab,kf. 

439. (jeune$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

440. asphyxiating thoracic dysplas$.ti,ab,kf. 

441. exp Chondrodysplasia Punctata/ 

442. chondrodysplasia punctata$.ti,ab,kf. 
443. ((conradi$ or h?nermann$ or happle$) adj3 (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

444. Osteogenesis Imperfecta/ 

445. osteogenesis imperfecta.ti,ab,kf. 

446. ((brittle bone or lobstein$) adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

447. Osteochondrodysplasias/ 

448. (spondyloepimetaphyseal or spondyloepiphyseal or spendylo metaphyseal).ti,ab,kf. 

449. Hernia, Umbilical/ 

450. (omphalocele$ or omphalocoele$ or exomphalos).ti,ab,kf. 

451. (hernia$ adj3 umbilic$).ti,ab,kf. 

452. Gastroschisis/ 

453. gastroschis$.ti,ab,kf. 

454. Ichthyosis, Lamellar/ 

455. (lamellar$ adj3 ichthyos$).ti,ab,kf. 

456. ((harlequin$ or harloquin$) adj3 (ichthyos$ or baby or babies or f?etus$)).ti,ab,kf. 

457. (ichthyosis congenita$ or ichthyosis fetalis or keratosis diffusa fetalis).ti,ab,kf. 

458. exp Epidermolysis Bullosa/ 

459. epidermolysis bullosa$.ti,ab,kf. 

460. (johanson-blizzard$ or johanna-blizzard$).ti,ab,kf. 

461. Xeroderma Pigmentosum/ 

462. xeroderma pigmentosum.ti,ab,kf. 

463. Ectodermal Dysplasia/ 

464. lacrimo-auriculo-dento-digital.ti,ab,kf. 

465. ectodermal dysplas$.ti,ab,kf. 

466. ((ladd or eec) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

467. Sturge-Weber Syndrome/ 

468. (sturge-weber or encephalotrigeminal angiomatos$).ti,ab,kf. 

469. Fetal Alcohol Spectrum Disorders/ 

470. f?etal alcohol.ti,ab,kf. 

471. Pierre Robin Syndrome/ 

472. pierre robin$.ti,ab,kf. 

473. Acrocephalosyndactylia/ 

474. (acrocephalosyndact$ or acrocephalopolysyndact$).ti,ab,kf. 
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475. ((apert$ or crouzon$ or saethre-chotzen$ or noack$ or carpenter$ or sakati-nyhan-
tisdale$ or goodman$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

476. Fraser Syndrome/ 

477. (fraser$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

478. cryptophthalmos.ti,ab,kf. 

479. (cyclopia$1 or cyclocephal$ or synophthalmi$).ti,ab,kf. 

480. Goldenhar Syndrome/ 

481. (goldenhar$ or oculo-auriculo-vertebral).ti,ab,kf. 

482. Mobius Syndrome/ 

483. ((m?bius$ or moebius$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

484. Orofaciodigital Syndromes/ 
485. (orofaciodigital or oro-facial-digital or oral-facial-digital or papillon-league$ or 
psaume$).ti,ab,kf. 

486. (robin$ adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 
487. (freeman-sheldon$ or distal arthrogrypos$ or craniocarpotarsal dysplas$ or 
craniocarpotarsal dystroph$ or canio-carpo-tarsal or windmill-vane-hand$ or whistling-
face).ti,ab,kf. 

488. De Lange Syndrome/ 

489. ((de lange$ or bushy$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

490. amsterdam dwarfism.ti,ab,kf. 
491. (aarskog or faciodigitogenital or facio-digito-genital or facial digital genital or shawl 
scrotum or faciogenital or facio-genital).ti,ab,kf. 

492. Cockayne Syndrome/ 

493. (cockayne$ or neill-dingwall$).ti,ab,kf. 

494. (cerebro-oculo-facio-skeletal or cerebro-oculo-facial-skeletal).ti,ab,kf. 

495. (dubowitz$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

496. (robinow$ or robinhow$).ti,ab,kf. 
497. (f?etal face or f?etal facies or f?etal faces or acral dysostos$ or mesomelic dwarfism or 
covesdem$).ti,ab,kf. 

498. Silver-Russell Syndrome/ 

499. (silver-russell$ or russell-silver$).ti,ab,kf. 

500. (silver$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

501. ((seckel$ or harper$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
502. (microcephalic primordial dwarfism or bird-headed dwarf$ or virchow-seckel 
dwarfism).ti,ab,kf. 

503. Smith-Lemli-Opitz Syndrome/ 

504. (smith-lemli-opitz$ or dehydrocholesterol reductase deficien$).ti,ab,kf. 

505. Prader-Willi Syndrome/ 

506. (prader-willi$ or pradar-willi$).ti,ab,kf. 

507. Rubinstein-Taybi Syndrome/ 

508. (rubinstein-taybi$ or rubenstein-tabyii$ or broad thumb-hallux).ti,ab,kf. 

509. ((rubinstein$ or rubenstein$) adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

510. Nephritis, Hereditary/ 

511. (alport$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

512. (hereditary nephritis or h?emorrhagic familial nephritis).ti,ab,kf. 
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513. (hereditary deafness adj3 nephropath$).ti,ab,kf. 

514. (h?ematuria adj3 nephropath$ adj3 deafness).ti,ab,kf. 

515. Laurence-Moon Syndrome/ 

516. laurence-moon$.ti,ab,kf. 

517. Bardet-Biedl Syndrome/ 

518. (bardet-biedl$ or biedl-bardet$).ti,ab,kf. 

519. Zellweger Syndrome/ 

520. zellweger$.ti,ab,kf. 
521. ((cerebrohepatorenal or cerebro-hepato-renal) adj (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

522. (edward$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

523. "trisomy 18".ti,ab,kf. 

524. (patau$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

525. ("trisomy 13" or "trisomy D").ti,ab,kf. 

526. "trisomy 22".ti,ab,kf. 

527. "trisomy 9".ti,ab,kf. 

528. "trisomy 10".ti,ab,kf. 

529. duplication syndrome$.ti,ab,kf. 

530. (("chromosome 8" or "chr 8") adj5 duplicat$).ti,ab,kf. 

531. Chromosome Duplication/ 

532. exp X Chromosome/ab [Abnormalities] 

533. exp X Chromosome/ and duplicat$.ti,ab,kf. 

534. (("chromosome x" or "chr x") and duplicat$).ti,ab,kf. 

535. (chromosom$ abnormality adj5 duplicat$).ti,ab,kf. 

536. "tetrasomy 5p".ti,ab,kf. 

537. (tetrasomy adj3 mosaic$).ti,ab,kf. 

538. Chromosomes, Human, Pair 5/ and Mosaicism.mp. 

539. Tetrasomy/ 
540. Trisomy/ and (chromosomes, human, pair 9/ or chromosomes, human, pair 10/ or 
chromosomes, human, pair 13/ or Chromosomes, Human, Pair 18/ or chromosomes, 
human, pair 22/) 

541. Chromosome Deletion/ and Chromosomes, Human, Pair 4/ 

542. (delet$ adj5 short arm adj5 "chrom$ 4").ti,ab,kf. 

543. Wolf-Hirschhorn Syndrome/ 
544. ((wolf-hirschhorn$ or wolff hirschorn$ or chromosome deletion dillan$ or pitt-rogers-
dank$ or pitt$) adj3 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

545. Cri-du-Chat Syndrome/ 
546. ((cri du chat$ or crying cat$ or 5p or lejeune$) adj3 (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

547. Jacobsen Distal 11q Deletion Syndrome/ 

548. ((jacobsen$ or 11q deletion) adj5 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

549. exp Monosomy/ and Chromosomes, Human, Pair 9/ 

550. (9p minus or 9p deletion).ti,ab,kf. 

551. (alfi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

552. (degouchy$ or de gouchy$ or degrouchy$ or de grouchy$).ti,ab,kf. 
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553. distal 18q.ti,ab,kf. 

554. Hypoventilation/cn [Congenital] 
555. (ondine$ curse or congenital central hypoventilation or primary alveolar 
hypoventilation).ti,ab,kf. 

556. Graft vs Host Disease/ and (Chronic Disease/ or chronic$.ti,ab,kf.) 
557. (((graft vs host or graft versus host) adj (disease$ or syndrome$ or disorder)) and 
chronic$).ti,ab,kf. 

558. exp HIV/ 

559. exp HIV Infections/ 

560. (HIV or human immunodeficiency virus$).ti,ab,kf. 

561. (htlv or human t-lymphotropic virus$ or human t cell lymphotropic virus$).ti,ab,kf. 
562. (acquired immune deficiency syndrome$ or acquired immunodeficiency 
syndrome$).ti,ab,kf. 

563. (AIDS adj3 (virus$ or infection$)).ti,ab,kf. 

564. (AIDS adj (related or associated)).ti,ab,kf. 

565. exp Neoplasms/ 
566. (cancer$ or carcin$ or tumor$ or tumour$ or neoplas$ or adenocarcin$ or oncol$ or 
malignan$).ti,ab,kf. 

567. Cystic Fibrosis/ 

568. (cystic fibrosis or fibrocystic or fibro-cystic or mucoviscidosis or cf).ti,ab,kf. 

569. Cerebral Palsy/ 

570. (cerebr$ adj3 pals$).ti,ab,kf. 

571. Muscle Spasticity/ 

572. spasticit$.ti,ab,kf. 

573. Quadriplegia/ 

574. (spastic$ and (quadripleg$ or tetrapleg$)).ti,ab,kf. 

575. exp Renal Insufficiency/ 

576. ((kidney$ or renal) adj3 (failure$ or insufficienc$)).ti,ab,kf. 

577. (end stage adj3 (kidney or renal)).ti,ab,kf. 

578. (("stage 5" or "stage V") adj3 (kidney or renal)).ti,ab,kf. 

579. (ESRD or ESKD or ESRF or ESKF or CRF or CKF).ti,ab,kf. 

580. or/22-579 

581. Qualitative Research/ 

582. Interview/ 

583. Personal Narratives/ 

584. Grounded Theory/ 

585. Focus Groups/ 

586. Hermeneutics/ 

587. Anthropology, Cultural/ 

588. qualitative.af. 

589. interview$.af. 

590. findings.ti,ab. 

591. experiences.ti,ab. 

592. views.ti,ab. 
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593. perspective$.ti,ab. 

594. beliefs.ti,ab. 

595. attitude$.ti,ab. 

596. narrative.ti,ab. 

597. ethnograph$.ti,ab. 

598. (case study or case studies).ti,ab. 

599. thematic analysis.ti,ab. 

600. themes.ti,ab. 

601. grounded theory.ti,ab. 

602. field notes.ti,ab. 

603. audio record$.ti,ab. 

604. focus group$.ti,ab. 

605. conversation$ analys$.ti,ab. 

606. descriptive stud$.ti,ab. 

607. discourse analys$.ti,ab. 

608. exploratory analys$.ti,ab. 

609. exploratory stud$.ti,ab. 

610. Hermeneutic$.ti,ab. 

611. naturalistic.ti,ab. 

612. phenomenolog$.ti,ab. 

613. participatory.ti,ab. 

614. semi structured.ti,ab. 

615. key informant$.ti,ab. 

616. cultural anthropology.ti,ab. 

617. narration.ti,ab. 

618. narrative analysis.ti,ab. 

619. inductive.af. 

620. content analysis.ti,ab. 

621. discourse analysis.ti,ab. 

622. or/581-621 

623. 8 and 21 and 580 and 622 
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Supplemental Material Table 1 Key Characteristics of Included Studies 

 

Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Cancer     

Brody and 

Simmons, 

2006 

To explore 

the challenges 

that fathers 

face following 

their child’s 
cancer 

diagnosis, 

how they 

cope with and 

adapt to this 

diagnosis. 

 

 

Not stated 

US 

University 

paediatric 

oncology 

clinic, 

Kentucky 

Qualitative 

descriptive 

design 

Semi-

structured 

interviews 

Open coding 8 fathers 

Relationship: 

married (5), 

separated/ divorced 

(2), single parent (1) 

Other children: 

More than 1 child (7) 

Ethnicity: Caucasian 

(8) 

Health: poor/fair 

(4), very 

good/excellent (4) 

Age: 4-16 years (M= 8.2) 

Sex: Female (2), Male (6) 

Diagnosis: Acute 

lymphoblastic 

leukemia (4), T cell 

lymphoma (1), 

Ewing sarcoma (1), 

rhabdomyosarcoma 

(1), blastoma liver 

cancer (1), made 3 

months to 2 years 

before study. 

Treatment: 

chemotherapy (8), 

radiation (4), 

surgical (4), 

receiving treatment 

at time of interview 

or completed 

within last 12 

months. 

Chamberlai

n, 

2007Chamb

erlain [42] 

To explore 

resilience in 

fathers of 

children with 

leukemia 

 

 

Not stated 

 

 

US 

Leukemia 

& 

Lymphom

a society 

Not stated 

Semi-

structured 

interviews 

Grounded 

theory 

8 

biological 

fathers 

Age: 27-51 years 

Ethnicity: Caucasian 

(8) 

Relationship: 

married (7), divorced 

(1) 

Religion: Christian 

(3), Catholic (2), 

Baptist (1), none (2) 

Age: 4-17 years (2-13 at 

diagnosis) 

Sex: male (5), female (3) 

 

Diagnosis: 

leukemia in 

remission 

Treatment: out of 

treatment (5), still 

in treatment (3) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: range 

of occupations 

(income $60,000-

$2,000,000) 

 

Chesler and 

Parry 2001 

To explore 

the 

experiences of 

fathers of 

children with 

cancer with a 

particular 

focus on how 

such 

experiences 

are influenced 

by gender. 

1978-1998 US 

Participan

ts 

identified 

from 

survey 

data 

(1978-

1998), 

focus 

group 

conducted 

at 

conferenc

e 

Not stated 

In-depth 

interviews, 

workshops 

Deductive 

coding using 

stress 

framework 

followed by 

inductive 

coding using a 

grounded 

theory 

approach 

167 

bereaved 

and non-

bereaved 

fathers 

Age: varies 

significantly* 

Education: varies 

significantly amongst 

sample* 

Occupation: varies 

significantly amongst 

sample* 

 

*characteristics not 

described in detail 

Not stated 

Treatment: some 

children still in 

treatment, some 

who had 

successfully 

completed 

treatment. Some 

children had died. 

 

Clarke, 

2005 

To describe 

fathers' 

experiences of 

having a child 

with cancer, 

with a focus 

on home 

healthcare 

work 

concerns. 

Not stated Canada 

Recruited 

through 

support 

groups/ 

partners/ 

researcher

s personal 

network. 

Child 

treat in 

geographi

cal 

location 

in past 5 

years 

Not stated 
Qualitative 

interviews 

Deductive 

coding based 

on home 

healthcare 

work 

16 fathers 

Age: M=44; 

Relationships: 

married/ long-term 

(15), separated (1); 

Employment: 

variety of 

occupations, 44% 

reduced work hours 

at diagnosis, 1 

stopped working 

completely 

Nationality: English, 

French, Canadian, 

Scottish, Latin 

American, 

 

Age: M=10, M=7 at 

diagnosis. 

 

 

Treatment: 

Treated within last 

5 years, length of 

treatment M=26 

months 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Portuguese, Irish 

Canadian 

Cluley, 2015 

To explore 

the 

experiences of 

fathers of 

children with 

cancer and 

how they 

understand 

their role in 

their child’s 
illness 

Not stated 
New 

Zealand 

Child 

Cancer 

Foundatio

n 

Narrative 

inquiry- social 

constructionist 

approach 

Narrative 

interviews 

Narrative 

analysis 

12 

biological 

fathers 

Age: 33-54 years 

Ethnicity: New 

Zealand European 

(7), English (3), South 

African (1), Cook 

Island Māori (1) 
 

Age: 4-12 years 

 

Diagnosis: cancer 

including acute 

lymphocytic 

lymphoma, 

Burkett's 

Lymphoma, throat 

& mouth cancer, T-

cell lymphoma, 

Wilm's tumor and 

Ependymoma 

Treatment: 

surgery, 

chemotherapy, 

radiotherapy- 

outpatients at time 

of study 

Hill, 

Higgins and 

Dempster, 

2009 

To explore 

fathers’ 
perceptions 

of their role 

during their 

child’s 
treatment for 

acute 

lymphoblastic 

lymphoma 

Not stated 

 

Northern 

Ireland 

Treating 

hospital 
Phenomenology 

Semi-

structured 

interviews 

IPA 5 fathers 

Age: 31-42 years 

Relationships: 

married and living 

with child and partner 

(5) 

Other children: 

more than 1 child (4), 

child born during 

treatment (3) 

Employment: Full 

time (5) 

Age: 18 months-7 years at 

time of diagnosis; 

 

Diagnosis: ALL, in 

remission. 

Treatment: 

completed within 

last 2.5. years. 

 

Jones and 

Neil-Urban, 

2003 

To investigate 

the 

experiences of 

Not stated US Hospital 

Group 

phenomenologi

cal approach 

Focus 

groups 

Grounded 

theory, 

constant 

10 fathers 

including 

1 

Age range: 25-56 

years (mean= 40 

years) 

Age: 3-16 years (M=1.5) 

Sex: male (5), female (5) 

 

Diagnosis: 

Cerebellum 

Meduloblastoma, 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

fathers of 

children with 

cancer with a 

focus on the 

caregiving 

experience 

comparison 

method, 

group process 

analysis 

(secondary 

analysis) 

grandfath

er and 2 

step-

fathers 

Ethnicity: Caucasian 

(9), Hispanic (1) 

Relationships: 

Married (10); 

Occupation: 

Employed (9), retired 

(1); 

Ewings Sarcoma, 

Leukemia (ALL, 

AML), Osteogenic 

Sarcoma, T-cell 

Lymphoma 

Treatment: 

children currently 

in treatment. 

Length= 2 months-

14 years (M=1.5 

years) 

Mojica, 

2018 

To explore 

masculinity, 

caregiving and 

coping in the 

context of 

having a child 

with cancer 

Not stated US 
Paediatric 

hospital 
Mixed methods 

Open-

ended 

questions 

Content 

analysis 
20 fathers 

Age range: 26-55 

years (M=39 years) 

Relationship: 

married (11), 

unmarried (8), 

divorced (1) 

Nationality: 

Mexican (14), 

Ecuadorian (2), 

Honduran (1), 

Mexican-American 

(1), Peruvian (1), 

Puerto Rican (1) 

Religion: Roman 

Catholic (14), 

Protestant (2), 

Mormon (1), none (4) 

Employment: 

employed (19) 

(including forklift 

driver, assistant 

manager, factory 

worker, cook), 

Age: 1-18 years (M=2.5 

years) 

 

 

 

Diagnosis: 

leukemia (12), 

osteosarcoma (2), 

neoplasm (6) 

Time since 

diagnosis: 3-5 

months (5), 6-8 

months (5), 9-12 

months (4), >1 year 

(2), >3 years (4) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

unemployed (1) (9 

partners unemployed) 

Education: 1st-8th 

grade (7), 9-12th 

grade (6), General 

Educational 

Development (1), 

some college (5), 

master's degree (1) 

Residence: Chicago 

(10), suburban 

Chicago (6), >40 

miles from Chicago 

(4) 

Other children: only 

child (4), other 

children (2-4) (16) 

 

 

Neil-Urban 

and Jones 

2002 

To describe 

the 

experiences 

and coping of 

fathers who 

have a child 

with cancer 

Not stated US Hospital 

Group 

phenomenologi

cal approach 

Focus 

groups 

Thematic 

approach  

10 fathers 

including 

1 

grandfath

ers and 2 

step-

fathers 

Age range: 25-56 

years (mean= 40 

years); 

Ethnicity: Caucasian 

(9), Hispanic (1); 

Relationships: 

Married (10); 

Employment:  

Employed (9), retired 

(1); 

Age: 3-16 years (M=1.5) 

Sex: male (5), female (5) 

 

Diagnosis: 

Cerebellum 

Meduloblastoma, 

Ewings Sarcoma, 

Leukemia (ALL, 

AML), Osteogenic 

Sarcoma, T-cell 

Lymphoma 

Treatment: 

children currently 

in treatment. 

Length= 2 months-

14 years (M=1.5 

years) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Nicholas et 

al., 2009 

To examine 

experiences of 

fatherhood in 

the context of  

childhood 

cancer from 

the 

perspectives 

of fathers 

Not stated Canada 

Central 

paediatric 

hospital 

Grounded 

Theory 

Semi-

structured 

interviews 

Grounded 

Theory 

16 fathers 

including 

14 

biological 

fathers, 1 

adoptive 

father and 

1 step-

father 

Age range: 20-60 

years (M=43 years) 

Country of birth: 

Canada (10), 

Afghanistan (1), India 

(1), Pakistan (1), 

Portugal (1), Trinidad 

(1), US (1) 

 

Age: 1-17 years 

Diagnosis: 

leukemia or 

oncological disease 

Treatment: active 

treatment at time of 

interview 

 

Ogg, 1997 

To examine 

the effect of a 

paediatric 

cancer 

diagnosis 

from fathers’ 
perspectives 

Not stated US 

Haematol

ogy/ 

oncology 

outpatient 

clinic at 

medical 

centre 

Not stated 
Structured 

interviews 

Grounded 

Theory 
7 fathers 

Age: 25-43 years 

(M=36) 

Ethnicity: Caucasian 

(3), Latino (3), Asian 

(1) 

Education: high 

school (6), some 

college (5) 

Employment: full 

time (6), unemployed 

(1) 

Income: <$15,000 

(1), $15,000-29,999 

(1), $30,000-44,999 

(3), $45,000-59,000 

(2) 

 

Not stated 

Diagnosis: Acute 

Lymphoblastic 

Lymphoma (ALL) 

(6), spinal chord 

tumour (1) 

Time since 

diagnosis: 2- 8 

weeks 

Robinson et 

al., 2019a 

To explore 

the paternal 

roles, 

responsibilitie

s, strengths, 

challenges, 

personal 

growth and 

December 

2018- February 

2019 

US 
Paediatric 

Hospital 
Not stated 

Semi-

structured 

interviews 

Semantic 

content 

analysis 

4 fathers 

Ethnicity: Caucasian 

(4) 

Education: 

completed college (2), 

some college (2) 

Occupation: manual 

work (2), office work 

(2) 

Age: 5-14 years (M= 9.25 

years) 

Sex: male (2), female (2) 

Diagnosis: brain 

tumour, 3-168 

months since 

diagnosis (M=47.8 

months) 

Treatment: in 

hospital at time of 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

support needs 

of fathers of 

children with 

brain tumors. 

Primary caregiver: 

mother (1), father (1), 

both (2) 

interview (3), 

outpatient (1) 

Wolff et al., 

2010 

To look at 

how fathers 

describe their 

experiences 

and 

challenges, 

sources of 

support and 

coping and 

unique 

challenges 

described by 

single fathers 

and those 

from racial 

and ethnic 

minority 

groups. 

Not stated US 
Paediatric 

Hospital 

Life-story 

method 

Semi-

structured 

interviews 

Narrative 

analysis with 

multiple case 

studies 

15 

fathers- 

primary 

medical 

caretakers 

Age range: 32-56 

years (M=44) 
Not stated 

Diagnosis: Cancer 

or SCD diagnosed 

at least 6 months 

prior to interview. 

Sickle cell disease, 

leukemia, brain 

tumour, other 

tumour. 

Wolff et al., 

2011 

To 

understand 

why fathers 

assume the 

primary 

caregiving 

role to their 

child with a 

life-

threatening 

illness; to 

examine how 

Not stated US 
Paediatric 

Hospital 

Life-story 

method 

Semi-

structured 

interviews 

Narrative 

analysis with 

multiple case 

studies 

As above As above As above As above 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

they describe 

their reasons 

for assuming 

this role and 

how race, 

ethnicity and 

socioeconomi

c status shape 

this decision 

Wills, 2009 

To describe 

the 

experiences 

coping 

strategies of 

fathers of 

children with 

acute 

lymphocytic 

leukemia 

Not stated China 

Paediatric 

oncology 

ward, 

large 

teaching 

hospital, 

Hong 

Kong 

Not stated 

Semi-

structured 

interviews 

Qualitative 

data analysis 

using matrix 

system  

8 fathers 

Age: M=38 years 

Number of other 

children: 1(1), 2(4), 

4(3) 

Education: 

Elementary school 

(2), High school (3), 

some university (1), 

university (2) 

Employment: 

Employed (8) 

(Hairdresser, driver, 

businessman, police 

officer, insurance) 

Age range: 9 months-14 

years 

Sex: male (4), female (4) 

Diagnosis: acute 

lymphoblastic 

lymphoma 

Congenital Heart Defect     

Bright et al., 

2013 

To examine 

the 

relationship 

between 

fathers and 

their infant 

with CHD 

Not stated Australia 
Paediatric 

hospital 
Mixed methods Interviews 

Qualitative 

analysis 
63 fathers 

Age range: 9.63-

48.46 years (M=34.33 

years) 

Education: 64% 

fathers completed 

secondary school, 

30% completed 

university education. 

Occupation: 5% 

Age range: 42-202 days 

(M=81.31 days) 

Sex: male (34), female (29) 

Time between discharge 

& interview: M=61.84 

days 

Length of stay: 1-14 days 

(27%), 29-42 days (16%), ≥ 

43 days (25%) 

Diagnosis: 

congenital heart 

defect 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

fathers reported that 

government benefit 

was their main source 

of income. 

SES: The Daniel 

Scale of Occupational 

Prestige (1= high 

SES, 7= low SES). 

Average 4.35 

 

Bruce, 

Lindh and 

Sundin, 

2016 

To explore 

the 

experiences 

and meaning 

of support 

from the 

perspectives 

of fathers of 

children with 

congenital 

heart defects 

2009 Sweden 

Paediatric 

cardiac 

outpatient 

clinic 

Phenomenologi

cal-hermeneutic 

Narrative 

interviews 

Phenomenolo

gical- 

hermeneutic 

method for 

interpreting 

narrative 

interviews  

5 fathers 

Age range: 24-47 

years (M=37.8 years) 

Relationship: 

married (3), 

cohabiting (2) 

Employment: 

Employed (5) 

Other children: 

More than one child 

(2) 

Age: 3-12 years (M=6.6 

years), born between 1996 

& 2006 

Sex: male (4), female (1) 

Diagnosis: Aortic 

stenosis, 

hypoplastic left 

heart syndrome, 

tetralogy of Fallot, 

pulmonary atresia 

 

Clark and 

Miles, 1999 

To explore 

the 

experiences of 

fathers whose 

infants were 

diagnosed 

with severe 

congenital 

heart disease 

Not stated US 

NICU, 

ICU, 

paediatric 

ICU 

Not stated 

Longitudina

l semi- 

structured 

interviews 

at diagnosis 

and 12 

months 

post-

diagnosis 

Content 

analysis 
8 fathers 

Age range: 23-40 

years (M=28 years) 

Relationship: 

married (7) 

Ethnicity: white (6), 

Asian (1), African 

American (1) 

Education: high 

school (8), 

college/some college 

(5), graduate school 

(2) 

Age: infant-18 months 

 

Diagnosis: 

tetralogy of Fallot, 

atrial ventricular 

septal defect, 

coarctation of the 

aorta, 

supraventricular 

tachycardia, 

transportation of 

the great vessels, 

double-outlet right 

ventricle, 

pulmonary atresia 

Treatment: 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Other children: 1 

child (6), 2 children 

(2) 

hospitalised, 

technology 

dependent at time 

of enrolment, 

surgery (7) 

including heart 

transplant (1) 

 

Gower et 

al., 2017 

To explore 

the lived 

experiences of 

fathers of 

children with 

a congenital 

heart defect 

Not stated UK 
Regional 

clinic 
Not stated 

Semi-

structured 

interviews 

IPA 6 fathers 

Age: 28-49 years 

Relationship: lived 

with child & partner 

(6) 

Other children: first 

time father (2), other 

children (4) 

Employment: full-

time (6) 

Age: 7 months-2 years 

 

Diagnosis: 

congenital heart 

hefect 

Treatment: 1-3 

corrective 

procedures- several 

awaiting further 

surgeries 

 

Robinson, 

2019b 

To 

understand 

the needs, 

role 

understanding 

and resiliency 

in fathers of 

children 

receiving 

cardiac care 

with a new 

palliative care 

referral 

Not stated US 
Children’s 
hospital 

Not stated Interviews 

Semantic 

content 

analysis 

10 fathers 

Ethnicity: African 

American (1), 

Caucasian (8), 

Hispanic (1) 

Lives with child: yes 

(7), no (3) 

Number of other 

children in home: 0 

(3), 1 (3), 2 (2), 3 (2) 

Marital status: 

married (7), engaged 

(2), single (1) 

Education:  high 

school diploma (4), 

some college (3), 

college completion 

(3) 

Sex: male (8), female (2) 

Age: 7 months to 7 years 

(M=19 months). 

Diagnosis: heart 

condition requiring 

surgery, diagnosed 

an average of 17 

months prior to 

interview. 

Interviews within 

two weeks of 

surgery. 8 in ICU at 

time of interview. 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: 

labourer (5), 

sales/retail (2), stay at 

home father (1), 

teacher (2) 

Primary caregiver: 

mother (4), father (1), 

both (5) 

Cystic fibrosis     

Hayes and 

Savage, 

2008 

To examine 

the emotional 

impact of 

caring for a 

child with CF 

from fathers’ 
perspectives 

Not stated Ireland 

Cystic 

fibrosis 

centre 

Not stated 
Qualitative 

interviews 

Thematic 

content 

analysis 

8 

biological 

fathers 

Education: at least 

second level 

education (8) 

Relationship: 

married (8) 

Employment: 

employed (8) 

Age: 18 months-6 years 

Diagnosis: cystic 

fibrosis, diagnosed 

for at least 1 year 

 

Priddis et 

al., 2010 

To explore 

fathers’ 
perceptions 

of the familial 

impact of 

their infant’s 
CF diagnosis 

Not stated Australia 

Paediatric 

care 

provider 

Not stated 

Semi-

structured 

interviews 

Content 

analysis 
15 fathers 

Age: 28-52 years 

(M=37.33 years) 

Relationship: 'intact' 

family (15) 

Residence: 

metropolitan area 

(10), country (5) 

Other children: 

other children at 

home (11) 

Age: 0.75-5.75 years 

(M=3.4 years) 

Diagnosis: cystic 

fibrosis, diagnosed 

at least 6 months 

prior to study, 

mean age at 

diagnosis 5.6 weeks 

 

Shardonofs

ky et al., 

2019 

To explore 

fathers’ 
perspectives 

of caring for a 

child with 

cystic fibrosis 

Not stated US 

Cystic 

fibrosis 

centres 

Descriptive 

Phenomenology 

Semi-

structured 

interviews 

Descriptive 

phenomenolo

gy 

20 fathers 

Age: 26-54 years 

(M=38.7 years) 

Education: High 

school (2), some 

college (9), Bachelor’s 
degree (7), Master’s 
degree (1), PhD (1) 

Age: 5-17 years (M=7.6 

years) 

Sex: male (14), female (6) 

 

Genotype: 

DF508/DF508 

(14), other (6) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: Full 

time employed (19), 

unemployed (1) 

Health insurance: 

Private through 

employer (16), private 

bought outright (1), 

Medicaid/ Medicare 

(3) 

Ethnicity: White 

(16), Hispanic (3), 

Asian/ Indian (1) 

Married to mother 

of child with CF: 

Yes (18), No (2) 

(both co-parenting) 

Number of children 

with CF: 1 (16), 2 

(3), 3 (1) 

Genetic conditions     

Rivard and 

Mastel-

Smith, 2014  

To describe 

the 

experiences of 

fathers who 

have children 

diagnosed 

with a genetic 

disorder. 

Recruitment 

April-October 

2012 

US 

Identified 

via nurses, 

physicians

, genetic 

counsellor

s, 

snowball 

sampling, 

email, 

internet, 

word-of-

mouth 

Phenomenology 

Semi-

structured 

interviews 

IPA 

6 

biological 

fathers 

Education: college 

(6) 

Ethnic group: White 

(6) 

Relationship: 

married (6) 

Income: $20,000-

115,000 per year 

Not stated 

Diagnosis: 

Genetic Disorder 

(Galactosemia, 

Prader-Willi-

Syndrome, 

Isovaleric acidemia, 

very-long-chain-

acyl-CoA de-

hydrogenase 

deficiency 

(VCLAD), Downs 

Syndrome, 

osteogenesis 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

imperfecta, type 1) 

 

Time since 

diagnosis ranged 

from 15 months to 

13 years. 

 

Life-limiting conditions     

Bailey-

Pearce et 

al., 2018 

To explore 

the 

experiences of 

fathers of 

children with 

a LLC and to 

examine how 

their 

attachment 

strategies 

influence 

these 

experiences. 

Not stated UK 

Identified 

via 

communit

y 

paediatric 

nursing 

team 

Narrative 

approach 

Narrative 

interviews 

Narrative 

analysis 

7 

biological 

fathers 

Age: 27-54 years 

Relationships: In 

relationship with 

child's mother (5), 

separated since 

diagnosis (2) 

Other: 1 father had 2 

children, both with a 

LLC 

Not stated 

Diagnosis: 

diagnosed with a 

LLC for at least 1 

year 

 

Davies et 

al., 2013 

To explore 

fathers’ 
perspectives 

of the care 

received from 

healthcare 

professionals 

during their 

child’s illness 
and death 

Not stated US 

Paediatric 

palliative 

care 

settings 

Grounded 

Theory 

Semi-

structured 

interviews, 

field notes, 

genograms, 

reflexive 

journaling, 

interview 

debriefing 

Open coding, 

constant 

comparative 

analysis 

60 

bereaved 

fathers 

including 

55 

biological 

fathers, 3 

step-

fathers, 1 

uncle & 1 

grandfath

er/ 

Age: 24-60 years 

Relationship: 

married (53), 

divorced (5), single 

(1), widowed (1) 

Education: high 

school education (55) 

Occupation: High 

average income 

Age at time of death: 21 

years or younger 

Diagnosis: Life-

threatening illness 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

adoptive 

father 

Davies et 

al., 2010 

To provide a 

description 

and 

theoretical 

explanation of 

fathers’ 
experiences of 

their child’s 
life-limiting 

illness 

Not stated US 

Paediatric 

hospice 

home care 

program 

Grounded 

Theory 

In-depth 

unstructure

d interviews 

Grounded 

Theory 

8 

bereaved 

fathers 

Age: 34-39 years 

Relationship: 

married (8) 

Ethnicity: Caucasian 

(7), African American 

(1) 

Religion: Protestant 

(3), Catholic (3), 

Jewish (1) 

Employment: 

employed (6), student 

(1), absence of leave 

(1), varied incomes. 

Age at time of death: 3 

months- 14 years 

Sex: male (4), female (4) 

Diagnosis: spinal 

muscular atrophy 

(2), Tay Sachs (1), 

cancer (5) 

 

Nicholas et 

al., 2016 

To explore 

father’s 
experience 

and support 

provision 

preferences in 

relation to 

their child’s 
life-limiting 

illness 

Not stated Canada 

Tertiary 

level 

paediatric 

hospitals 

Grounded 

Theory 

Semi-

structured 

interviews 

Grounded 

Theory 

18 fathers 

including 

6 

bereaved 

and 12 

non-

bereaved 

Relationship: 

married (17), 

divorced (1) 

Employment: 

employed (17), 

unemployed (1) 

Education: high 

school (1), college or 

university (12), post-

graduate or 

professional degree 

(2) 

Employment: Full 

time (16), 

unemployed (1), 

income range 

$40,000->$120,000 

Age: <18 years 

Birth year: 1993-2007 

 

Diagnosis 

(primary): Cerebral 

palsy, hypoplastic 

left heart syndrome, 

epilepsy (Dravet 

syndrome), 

metacromatic 

leukodystrophy, 

pulmonary 

hypertension, 

Cystic fibrosis, 

Cancer (Ewing 

sarcoma, 

Neuroblastoma, 

Rhabdomyosarcom

a, lymphoma, 

Neuroectodermal 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Religion: Catholic 

(6), Christian (6), 

Christian, Islamic (1), 

Islamic (1), Jehovah's 

Witness (1), Spiritual 

(1) 

tumour, osteogenic 

sarcoma, t-cell 

leukemia)- 

diagnosed at least 6 

months prior to 

study 

Rigby, 2013 

To explore 

the 

experiences 

and grief of 

fathers 

following the 

loss of their 

child to a life-

limiting 

condition. 

Not stated US 

Recruitme

nt across 

3 states 

Secondary 

analysis 

Semi-

structured, 

in-depth 

and follow-

up 

interviews 

Qualitative 

analysis 

24 

bereaved 

fathers 

Age: M=43 

Ethnicity: Caucasian 

(15), Mexican/ Latino 

(4), Asian (2), 

African- American 

(2), Indian (1) 

Religion: Catholic 

(9), Protestant (9), No 

religion (5), Hindu (1) 

Age at time of death: 

M=7.6 

Sex: Female (12), Male (12) 

Years since death: 3 

months- 3.1 years (M=1.7 

years) 

Diagnosis: 

chronic, genetic or 

traumatic life-

limiting condition 

 

Ware and 

Raval, 2007 

To investigate 

the 

experiences of 

fathers of 

children with 

a life-limiting 

illness and 

how it has 

affected them 

and their 

family 

relationships. 

Not stated UK 

Recruited 

via several 

sources 

(newslette

r, parent 

support 

groups, 

voluntary 

organisati

ons) 

Phenomenology 

Semi-

structured 

interviews 

Interpretive 

phenomenolo

gical analysis 

8 fathers 

Ethnicity: Caucasian 

(8) 

Relationship: lived 

with child's mother 

(5), primary carer for 

child (0) 

Religious beliefs: 

Christian 

 

Not stated 

Diagnosis: 

category 3 

conditions 

(progressive, no 

cure, palliative 

treatment may 

extend over many 

years) 

 

Neurological conditions     

Applebaum 

and 

To examine 

the 

experiences of 

Not stated US 

Referred 

via 

healthcare 

Phenomenology Interviews 
Thematic 

analysis 

6 

biological 

fathers 

Age: 25-60 years 

(median 42.5); 
Age: 5-27 years 

Diagnosis: Severe 

cerebral palsy 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Smolowitz, 

2012 

fathers of 

children with 

severe 

cerebral palsy. 

staff at 

residential 

facility 

Ethnicity: Caucasian 

(5), Hispanic (1) 

Relationship: 

married (5), remarried 

to new partner (1) 

Residence:  school facility 

(4), at home (2) 

Sex: male (3), female (3) 

 

Lucca and 

Petean, 

2016 

To 

understand 

the 

experiences of 

fathers of 

children with 

Duchenne 

Muscular 

Dystrophy 

(DMD) 

Not stated Brazil 

Associatio

n of 

Muscular 

Dystroph

y in 

Ribeirão 

Preto 

Not stated 

Semi-

structured 

interviews 

Content 

analysis 
8 fathers 

Age: 35-65 years 

Relationship: 

married (10) 

Employment: 

salaries 3-10 times the 

minimum wage; 

Other children: 2 

children (7), 4 

children (1), 2 

children with DMD 

(1) 

Age: 10 years or older; 

Sex: male (10) 

 

Diagnosis: 

Duchenne 

Muscular 

Dystrophy (DMD) 
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Supplemental Material Quality Appraisal Table for Included Studies 

 

 
Table a; quality appraisal of included studies using modified CASP tool 

Cancer CHD 

Question 

Study Brody, 
2007 

Chamberlain, 
2007 

Chesler, 
2001 

Clarke, 2005 Cluley, 
2015 

Hill, 
2009 

Jones, 
2003 

Mojica, 
2016 

Neil-
Urban, 
2002 

Nicholas, 
2009 

Ogg, 
1997 

Robinson, 
2019 

Wolff, 
2010 

Wolff, 
2011 

Wills, 
2009 

Bright, 
2016 

Rating Medium Medium Medium Low High High Medium Low Medium High Medium Medium High High Medium Low 
1. Was there a clear 
statement of the aims 
of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

2. Is the qualitative 
methodology 
appropriate? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

3. Was the research 
design appropriate to 
address the aims of 
the research? 

Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

4. Are the studies 
theoretical 
underpinnings clear, 
consistent and 
conceptually 
coherent? 

No No No No Yes Yes No Can’t tell No Yes Yes No Some- 
what 

Some- 
what 

No No 

5. Was the 
recruitment strategy 
appropriate to the 
aims of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

6. Was the data 
collected in a way that 
addressed the 
research issue? 

Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Somewhat Yes Yes Some- 
what 

Some- 
what 

7. Has the 
relationship between 
researcher and 
participants been 
adequately 
considered? 

Can’t tell Can’t tell Somewhat Can’t tell Yes Yes Can’t tell Can’t tell Can’t tell Yes Can’t 
tell 

Somewhat Yes Yes Can’t tell No 

8. Have ethical issues 
been taken into 
consideration? 

Yes Yes Yes Can’t tell Yes Yes Can’t tell Yes Can’t tell Yes Yes Somewhat Can’t 
tell 

Can’t 
tell 

Some- 
what 

Can’t 
tell 

9. Was the data 
analysis sufficiently 
rigorous? 

Yes Yes Yes Somewhat Yes Yes Yes Somewhat Yes Yes Yes Somewhat Yes Yes Some- 
what 

Can’t 
tell 

10. Is there a clear 
statement of 
findings? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 
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Cancer CHD 

Question 

Study Brody, 
2007 

Chamberlain, 
2007 

Chesler, 
2001 

Clarke, 2005 Cluley, 
2015 

Hill, 
2009 

Jones, 
2003 

Mojica, 
2016 

Neil-
Urban, 
2002 

Nicholas, 
2009 

Ogg, 
1997 

Robinson, 
2019 

Wolff, 
2010 

Wolff, 
2011 

Wills, 
2009 

Bright, 
2016 

Rating Medium Medium Medium Low High High Medium Low Medium High Medium Medium High High Medium Low 
11. How valuable is 
the research? 

a, b, c* a, b, c* a, b, c* a, c* a, b, c* a, b, 
c* 

a, b, c* a, b, c* b* a, b, c* a, b, c* a, b , c* a, b, c* a, b, c* a, b, c* a, b, c* 

 

 
*a. Findings considered in relation to existing research  

  b. Discussion relating to implications of findings upon practice or policy 

  c. Identification of areas in which further research is necessary   
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Table b; quality appraisal of included studies using modified CASP tool continued 

Congenital Heart Defect 
Cystic Fibrosis Genetic 

conditions 
Life-limiting conditions Neurological conditions 

Question 

Study Bruce, 
2016 

Clark, 1999 Gower, 
2016 

Robinson, 
2019 

Hayes, 
2008 

Priddis, 
2010 

Shardo- 
nofsky, 
2009 

Rivard, 2014 Bailey-
Pearce, 
2017 

Davies, 
2013 

Davies, 
2004 

Nicholas, 
2016 

Rigby, 
2012 

Ware, 
2007 

Applebaum, 
2012 

Lucca, 2016 

Rating High Medium High Low/Medium High Low Medium High High High High High Medium High High Low/Medium 
1. Was there a clear 
statement of the aims 
of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

2. Is the qualitative 
methodology 
appropriate? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

3. Was the research 
design appropriate to 
address the aims of 
the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

4. Are the studies 
theoretical 
underpinnings clear, 
consistent and 
conceptually 
coherent? 

Yes No Some- 
what 

Can’t tell No No Yes Yes Yes Some-
what 

Yes Somewhat Some-
what 

Yes Yes No 

5. Was the 
recruitment strategy 
appropriate to the 
aims of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

6. Was the data 
collected in a way that 
addressed the 
research issue? 

Yes Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

7. Has the 
relationship between 
researcher and 
participants been 
adequately 
considered? 

Yes Can’t tell Some- 
what 

Can’t tell Can’t 
tell 

Some- 
what 

Yes Can’t tell Yes Can’t tell Some-
what 

Somewhat Some-
what 

Yes Yes Can’t tell 

8. Have ethical issues 
been taken into 
consideration? 

Yes Can’t tell Yes Can’t tell Yes Some- 
what 

Some- 
what 

Some- what Yes Some- 
what 

Yes Yes Some-
what 

Yes Can’t tell Can’t tell 

9. Was the data 
analysis sufficiently 
rigorous? 

Yes Somewhat Yes Yes Yes Yes Some-
what 

Yes Yes Yes Yes Yes Some-
what 

Yes Yes Some-what 

10. Is there a clear 
statement of 
findings? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

11. How valuable is 
the research? 

a,b* a, b, c* a, b, c* a, b* a, b, c* a, b, c* a, b* a, b, c* a, b, c* a, b c* a, b, c* a, b, c* a, b, c* a, b, c* a, b, c a, b, c* 
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*a. Findings considered in relation to existing research  

  b. Discussion relating to implications of findings upon practice or policy 

  c. Identification of areas in which further research is necessary  

BMJ Publishing Group Limited (BMJ) disclaims all liability and responsibility arising from any reliance
Supplemental material placed on this supplemental material which has been supplied by the author(s) BMJ Support Palliat Care

 doi: 10.1136/bmjspcare-2021-003019–12.:10 2021;BMJ Support Palliat Care, et al. Fisher V



Supplemental material; search strategy for Medline 
 

1. Fathers/ 

2. father*.tw. 

3. dad*.tw. 

4. stepfather*.tw. 

5. step-father*.tw. 

6. (foster* adj3 father*).tw. 

7. (adopt* adj3 father*).tw. 

8. 1 or 2 or 3 or 4 or 5 or 6 or 7 

9. child/ or child, preschool/ or infant/ 

10. Adolescent/ 

11. (child$ or children$).tw. 

12. (infant$ or infancy$).tw. 

13. (baby or baby$ or babies).tw. 

14. (toddler$ or kid or kids).tw. 

15. (boy or boys or boyhood or girl or girls or girlhood).tw. 

16. (minor or minor$ or schoolchild$).tw. 
17. (adolescen$ or juvenil$ or youth$ or teen$ or "under age$" or underage$ or 
pubescen$).tw. 

18. (pediatric$ or paediatric$ or peadiatric$).tw. 

19. (young people$ or young person$).tw. 

20. young adult$.tw. 

21. 9 or 10 or 11 or 12 or 13 or 14 or 15 or 16 or 17 or 18 or 19 

22. life-limiting illness*.tw. 

23. life-limiting condition*.tw. 

24. life-limiting disease*.tw. 

25. life-threatening illness*.tw. 

26. life-threatening condition*.tw. 

27. life-threatening disease*.tw. 

28. Creutzfeldt-Jakob Syndrome/ 

29. (creutzfeldt-jakob$ or jakob-creutzfeldt$ or cjd or spongiform encephalopath$).ti,ab,kf. 

30. Subacute Sclerosing Panencephalitis/ 
31. (subacute sclerosing panencephalit$ or sub-acute sclerosing panencephalit$ or sspe or 
subacute sclerosing leukoencephalit$ or sub-acute sclerosing leukoencephalit$ or van 
bogaert$ leukoencephalit$ or measles inclusion body encephalit$ or mibe).ti,ab,kf. 

32. beta-Thalassemia/ 

33. (beta adj (thalass?emi$ or thalas?emi$)).ti,ab,kf. 

34. ((thalass?emi$ or thalas?emi$) adj major).ti,ab,kf. 

35. exp Anemia, Aplastic/ 

36. ((hypoplastic or aplastic) adj an?emi$).ti,ab,kf. 

37. (medullary adj3 hypoplas$).ti,ab,kf. 

38. exp Neutropenia/ 

39. ((severe or chronic$) adj3 neutropeni$).ti,ab,kf. 
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40. immunologic deficiency syndromes/ or acquired immunodeficiency syndrome/ 

41. (immun$ deficiency adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

42. (immunodeficiency adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

43. DiGeorge Syndrome/ 
44. (digeorge$ or di george$ or sedlackova$ or opitz g-bbb or velocardiofacial or velo-
cardiofacial or velo-cardio-facial or shprintzen$ or ctaf).ti,ab,kf. 
45. ((deletion or vcf or pharyngeal pouch or thymic aplasia or anomaly face) adj (syndrome$ 
or disease$ or disorder$)).ti,ab,kf. 

46. Common Variable Immunodeficiency/ 
47. ((common variable or late onset) adj3 (immunodeficienc$ or immune deficienc$ or 
immunoglobulin deficienc$ or hypogammaglobulin$)).ti,ab,kf. 

48. acquired hypogammaglobulin$.ti,ab,kf. 

49. Cryoglobulinemia/ 

50. cryoglobulin?em$.ti,ab,kf. 

51. Polyendocrinopathies, Autoimmune/ 

52. ((autoimmune or failure$) adj3 (polyglandular$ or polyendocrin$)).ti,ab,kf. 

53. Progeria/ 

54. (progeria or hutchinson-gilford$).ti,ab,kf. 

55. Tyrosinemias/ 

56. tyrosin?em$.ti,ab,kf. 

57. Maple Syrup Urine Disease/ 

58. (maple syrup urine or msud).ti,ab,kf. 

59. branched chain.ti,ab,kf. 

60. (bckd adj5 (deficienc$ or ketoacid$ or keto-acid$)).ti,ab,kf. 

61. hyperleucine-isoleucin$.ti,ab,kf. 

62. Methylmalonic Acid/ 
63. (methylmalonic acid?emi$ or methylmalonic aciduri$ or methyl malonic acid?emi$ or 
methyl malonic aciduri$).ti,ab,kf. 

64. Propionic Acidemia/ 
65. (propionic acid?em$ or propionic acidur$ or propionyl-CoA carboxylase deficienc$ or 
ketotic glycin?em$).ti,ab,kf. 

66. Adrenoleukodystrophy/ 
67. (adrenoleukodystroph$ or x-ald or schilder-addison$ or addison-schilder$ or 
adrenomyeloneuropath$).ti,ab,kf. 

68. Carnitine O-Palmitoyltransferase/ 
69. ((carnitine palmityltransferase or carnitine palmitoyltransferase or carnitine o-
palmityltransferase or carnitine o-palmitoyltransferase) adj3 deficienc$).ti,ab,kf. 

70. Fanconi Syndrome/ 

71. (fanconi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

72. Cystinosis/ 

73. (cystinos$ or cystine storage or cystine diathes$ or cystine disease$).ti,ab,kf. 

74. Oculocerebrorenal Syndrome/ 
75. ((lowe or lowes or oculocerebrorenal or cerebrooculorenal or cerebro-oculo-renal) adj3 
(syndrome$ or disease$ or disorder$)).ti,ab,kf. 

76. Metalloproteins/df [Deficiency] 

77. Molybdenum/df [Deficiency] 
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78. (molybdenum cofactor deficien$ or molybdenum co-factor deficien$).ti,ab,kf. 

79. Oxidoreductases Acting on Sulfur Group Donors/df [Deficiency] 

80. Sulfite Oxidase/df [Deficiency] 

81. ((sulphite$ or sulfite$) adj3 oxidase deficien$).ti,ab,kf. 

82. Argininosuccinic Acid/ 

83. (argininosuccinic acidur$ or argininosuccinic acid?emi$).ti,ab,kf. 

84. Citrullinemia/ 

85. (citrullin?emi$ or citrullinuri$).ti,ab,kf. 

86. Amino Acid Metabolism, Inborn Errors/ 

87. (glutaric acid?emi$ or glutaric aciduri$).ti,ab,kf. 

88. Hyperglycinemia, Nonketotic/ 
89. (glycine encephalopath$ or non-ketotic hyperglycin?emi$ or nonketotic 
hyperglycin?emi$).ti,ab,kf. 

90. Hyperargininemia/ 

91. (arginin?emi$ or arginase deficien$ or hyperarginin?emi$).ti,ab,kf. 

92. Renal Aminoacidurias/ 

93. (aminoaciduri$ or aminoacid?emi$).ti,ab,kf. 

94. exp glycogen storage disease/ 

95. (glycogen storage adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

96. (pompe$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

97. Galactosemias/ 

98. galactos?emi$.ti,ab,kf. 

99. Pyruvate Dehydrogenase Complex Deficiency Disease/ 

100. (pyruvate dehydrogenase adj3 deficien$).ti,ab,kf. 

101. (oxalosis and (renal or kidney$)).ti,ab,kf. 

102. exp Gangliosidoses/ 

103. gangliosidos$.ti,ab,kf. 

104. (sandhoff$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

105. tay sach$.ti,ab,kf. 

106. Mucolipidoses/ 

107. mucolipidos$.ti,ab,kf. 

108. Canavan Disease/ 
109. (canavan$ leucodystroph$ or aspartoacylase deficien$ or aminoacylase 2 
deficien$).ti,ab,kf. 
110. ((canavan$ or canavan-van bogaert-bertrand$) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

111. Gaucher Disease/ 

112. (gaucher$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

113. (glucocerebrosidase deficien$ or glucosylceramidase deficien$).ti,ab,kf. 

114. Leukodystrophy, Metachromatic/ 
115. (metachromatic leukodystroph$ or arylsulfatase A deficien$ or metachromic 
leukodystroph$).ti,ab,kf. 

116. exp Niemann-Pick Diseases/ 

117. (niemann-pick$ or sphingomyelinase deficien$).ti,ab,kf. 
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118. Sphingolipidoses/ 

119. sphingolipidos$.ti,ab,kf. 

120. Fabry Disease/ 

121. (fabry$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

122. (angiokeratoma corporis diffusum or alpha-galactosidase A deficien$).ti,ab,kf. 

123. Leukodystrophy, Globoid Cell/ 

124. (krabbe$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
125. (globoid cell leukodystroph$ or galactosylceramide lipidos$ or galactosylcerebrosidase 
deficien$ or galactosylceramidase deficien$).ti,ab,kf. 

126. Farber Lipogranulomatosis/ 

127. (farber$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
128. (farber$ lipogranulomatos$ or ceramidase deficien$ or fibrocytic 
dysmucopolysaccharidos$).ti,ab,kf. 

129. Pelizaeus-Merzbacher Disease/ 

130. pelizaeus-merzbacher$.ti,ab,kf. 

131. Sulfatases/df [Deficiency] 

132. Multiple Sulfatase Deficiency Disease/ 

133. (sulfatase deficien$ or sulphatase deficien$ or mucosulfatidos$).ti,ab,kf. 

134. (austin$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

135. sulfatidos$.ti,ab,kf. 

136. Sea-Blue Histiocyte Syndrome/ 

137. sea-blue histiocyt$.ti,ab,kf. 

138. Neuronal Ceroid-Lipofuscinoses/ 

139. (batten$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 
140. (neuronal ceroid lipofuscinos$ or santavuori-haltia$ or jansky-bielschowsky$ or 
bielschowsky-jansky$).ti,ab,kf. 

141. (kuf$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

142. spielmeyer vogt$.ti,ab,kf. 

143. Xanthomatosis, Cerebrotendinous/ 
144. ((cerebrotendineous or cerebrotendinous or cerebrotendious or cerebral) adj3 
(xanthomatos$ or cholesteros$)).ti,ab,kf. 

145. bogaert-scherer-epstein$.ti,ab,kf. 

146. Wolman Disease/ 

147. (wolman$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

148. lysosomal acid lipase deficien$.ti,ab,kf. 

149. exp Mucopolysaccharidoses/ 

150. mucopolysaccharidos$.ti,ab,kf. 

151. (hurler$ adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

152. (hunter$ adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
153. (MPS1 or MPS2 or MPS3 or MPS4 or MPS5 or MPS6 or MPS7 or MPS-1 or MPS-2 or 
MPS-3 or MPS-4 or MPS-5 or MPS-6 or MPS-7 or MPSI or MPSII or MPSIII or MPSIV 
or MPSV or MPSVI or MPSVII or MPS-I or MPS-II or MPS-III or MPS-IV or MPS-V or 
MPS-VI or MPS-VII).ti,ab,kf. 

154. (beta glucuronidase deficien$ or sly syndrome$ or sly disorder$ or sly disease$).ti,ab,kf. 

155. (maroteaux-lamy$ or marotaeux-lamy$ or polydystrophic dwarfism).ti,ab,kf. 
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156. (morquio$ or moriquio$ or beta galactosidase deficien$).ti,ab,kf. 

157. (sanfilippo$ or sanfillipo$).ti,ab,kf. 

158. Mucolipidoses/ 

159. (mucolipidos$ or pseudo-hurler$ or pseudohurler$).ti,ab,kf. 

160. ((inclusion-cell or i-cell) adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

161. Fucosidosis/ 

162. (fucosidos$ or fucidos$).ti,ab,kf. 

163. "Congenital Disorders of Glycosylation"/ 

164. ((cdg or ctg) adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

165. (carbohydrate-deficient glycoprotein adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

166. (congenital disorder$ adj3 glycosylation).ti,ab,kf. 

167. Lesch-Nyhan Syndrome/ 

168. ((nyhan$ or kelley-seegmiller$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

169. juvenile gout.ti,ab,kf. 

170. Menkes Kinky Hair Syndrome/ 

171. menkes$.ti,ab,kf. 
172. ((copper transport or steely hair or kinky hair) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

173. alpha 1-Antitrypsin Deficiency/ 

174. (antitrypsin deficien$ or A1AD).ti,ab,kf. 

175. (AAT deficien$ or alpha-1 protease deficien$).ti,ab,kf. 

176. bisalbumin?emi$.ti,ab,kf. 

177. Lipodystrophy, Congenital Generalized/ 

178. (congenital generali?ed lipodystroph$ or berardinelli$ or bernardnelli$).ti,ab,kf. 

179. Landau-Kleffner Syndrome/ 

180. (landau-kleffner$ or infantile acquired aphasia$ or acquired epileptic aphasia$).ti,ab,kf. 

181. (aphasia$ adj5 convulsive).ti,ab,kf. 

182. Rett Syndrome/ 

183. (rett$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

184. cerebroatrophic hyperammon?emi$.ti,ab,kf. 

185. Huntington Disease/ 

186. huntington$.ti,ab,kf. 

187. exp Spinocerebellar Ataxias/ 
188. (spinocerebellar ataxia$ or ataxia$ telangiectasia$ or louis-bar$ syndrome$ or louis-bar$ 
disease$ or louis-bar$ disorder$ or machado-joseph$ or joseph$ disease$ or joseph$ 
disorder$ or joseph$ syndrome$).ti,ab,kf. 

189. Friedreich Ataxia/ 

190. ((friedreich$ or friedrich$) adj3 ataxia$).ti,ab,kf. 

191. spinocerebellar degenerat$.ti,ab,kf. 

192. "Spinal Muscular Atrophies of Childhood"/ 

193. (spinal muscular atroph$ or werdnig hoffman$).ti,ab,kf. 

194. (dubowitz$ or kugelberg-welander$).ti,ab,kf. 

195. Bulbar Palsy, Progressive/ 

196. (fazio-londe$ or faziolonde$ or progressive bulbar pals$).ti,ab,kf. 
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197. Pantothenate Kinase-Associated Neurodegeneration/ 
198. (pantothenate kinase-associated neurodegenerat$ or PKAN or hallervorden-
spatz$).ti,ab,kf. 

199. ((neurodegeneration adj3 brain iron accumulation) or NBIA$1).ti,ab,kf. 

200. Olivopontocerebellar Atrophies/ 

201. (olivopontocerebellar atroph$ or OPCA or olivopontocerebellar degenerat$).ti,ab,kf. 

202. (multiple system atrophy adj5 cerebellar).ti,ab,kf. 

203. "Diffuse Cerebral Sclerosis of Schilder"/ 

204. (alper$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

205. (progressive sclerosing poliodystroph$ or progressive infantile poliodystroph$).ti,ab,kf. 

206. (diffuse cerebral sclerosis adj5 schilder$).ti,ab,kf. 

207. Leigh Disease/ 

208. (leigh$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
209. (subacute necrotizing encephalomyelopath$ or subacute necrotising 
encephalomyelopath$ or sub-acute necrotizing encephalomyelopath$ or sub-acute 
necrotising encephalomyelopath$ or SNEM).ti,ab,kf. 

210. (aicardi-gouti?res or aicardia-gouti?res).ti,ab,kf. 

211. (worster-drought$ or congenital suprabulbar pares$).ti,ab,kf. 
212. multiple sclerosis/ or multiple sclerosis, chronic progressive/ or multiple sclerosis, 
relapsing-remitting.mp. 

213. (multiple sclerosis or disseminated sclerosis or encephalomyelitis disseminata$).ti,ab,kf. 

214. (demyelinating adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

215. exp Epilepsies, Myoclonic/ 

216. myoclonic epileps$.ti,ab,kf. 
217. ((lafora$ or merrf$ or unverricht-lundborg$ or janz$) adj (disease$ or syndrome$ or 
disorder$)).ti,ab,kf. 

218. lennox-gastaut$.ti,ab,kf. 

219. (lennox$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

220. Spasms, Infantile/ 

221. (west$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

222. Epilepsia Partialis Continua/ 
223. (epilepsia partialis continua or kojevnikov$ or epilepsia partialis continuoa or 
kozhevnikof$).ti,ab,kf. 

224. Charcot-Marie-Tooth Disease/ 

225. (charcot-marie-tooth$ or peroneal muscular atroph$).ti,ab,kf. 
226. (progressive neuropathic muscular atroph$ or hereditary peroneal nerve dysfunction$ 
or peroneal neuropath$).ti,ab,kf. 

227. "Hereditary Sensory and Motor Neuropathy"/ 

228. (hereditary sensory adj3 motor neuropath$).ti,ab,kf. 

229. (hereditary motor adj3 sensory neuropath$).ti,ab,kf. 

230. Refsum Disease, Infantile/ 

231. Peroxisomal Disorders/ 

232. (infantile refsum or infantile phytanic acid storage).ti,ab,kf. 

233. Myasthenic Syndromes, Congenital/ 

234. congenital myasth?eni$.ti,ab,kf. 

BMJ Publishing Group Limited (BMJ) disclaims all liability and responsibility arising from any reliance
Supplemental material placed on this supplemental material which has been supplied by the author(s) BMJ Support Palliat Care

 doi: 10.1136/bmjspcare-2021-003019–12.:10 2021;BMJ Support Palliat Care, et al. Fisher V



235. Muscular Dystrophy, Duchenne/ 

236. (duchenne muscular dystroph$ or dmd).ti,ab,kf. 

237. exp Muscular Dystrophies, Limb-Girdle/ 

238. (limb-girdle or erb$ muscular dystroph$).ti,ab,kf. 

239. (sarcoglycanopath$ or sarcoglycaopath$).ti,ab,kf. 

240. Osteochondrodysplasias/ 
241. (osteochondrodysplas$ or schwartz-jampel or chondrodystrophi$ myotoni$ or 
myotoni$ chondrodystrophi$).ti,ab,kf. 

242. Myotonia Congenita/ 

243. (congenita$ myotoni$ or myotoni$ congenita$).ti,ab,kf. 

244. (thomsen$ adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

245. ((recessive adj3 myotoni$) or becker$ myotoni$).ti,ab,kf. 

246. Isaacs Syndrome/ 

247. (isaac$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

248. neuromyotoni$.ti,ab,kf. 

249. Myotonic Disorders/ 

250. (paramyotoni$ congenita$ or congenita$ paramyotoni$).ti,ab,kf. 

251. (eulenburg$ adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

252. (myotoni$ adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

253. pseudomyotoni$.ti,ab,kf. 

254. exp Myopathies, Structural, Congenital/ 

255. (congenital adj3 myopath$).ti,ab,kf. 

256. myopathycongenital.ti,ab,kf. 

257. ((nemaline or rod) adj3 myopath$).ti,ab,kf. 
258. ((central core or mini-core or minicore or multicore or multi-core) adj (disease$ or 
disorder$ or syndrome$ or myopath$)).ti,ab,kf. 

259. fiber type disproportion.ti,ab,kf. 

260. fibre type disproportion.ti,ab,kf. 

261. Muscular Dystrophies/cn [Congenital] 

262. (congenital$ adj5 muscular dystroph$).ti,ab,kf. 

263. ((centronuclear or myotubular) adj myopath$).ti,ab,kf. 

264. exp Mitochondrial Myopathies/ 
265. (mitochondrial myopath$ or mitochondrial encephalomyopath$ or chronic progressive 
external ophthalmopleg$).ti,ab,kf. 

266. ((melas or kearns-sayre$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

267. Quadriplegia/ and spastic$.ti,ab,kf. 

268. (spastic quadriplegi$ or spastic tetraplegi$).ti,ab,kf. 

269. Reye Syndrome/ 

270. (reye$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

271. multiple pterygium.ti,ab,kf. 

272. Hypertension, Pulmonary/ and primary$.ti,ab,kf. 
273. ((primary pulmonary or precapillary pulmonary or idiopathic pulmonary) adj 
(hypertension or ht or arterial hypertension)).ti,ab,kf. 
274. ((primary bronchopulmonary or precapillary bronchopulmonary or idiopathic 
bronchopulmonary) adj (hypertension or ht or arterial hypertension)).ti,ab,kf. 
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275. ((primary lung or precapillary lung or idiopathic lung) adj (hypertension or ht or arterial 
hypertension)).ti,ab,kf. 

276. ipah.ti,ab,kf. 

277. Cardiomyopathy, Dilated/ 

278. ((congestive or dilated) adj cardiomyopath$).ti,ab,kf. 

279. exp Cardiomyopathy, Hypertrophic/ 

280. (hypertrophic adj cardiomyopath$).ti,ab,kf. 

281. Cardiomyopathies/cn [Congenital] 

282. (congenital adj3 cardiomyopath$).ti,ab,kf. 

283. Cardiomyopathy, Restrictive/ 
284. (restrictive cardiomyopath$ or obliterative cardiomyopath$ or constrictive 
cardiomyopath$).ti,ab,kf. 

285. exp Pulmonary Fibrosis/ 
286. (pulmonary fibros$ or lung fibros$ or bronchopulmonary fibros$ or fibrosing alveolit$ 
or interstitial pneumonit$).ti,ab,kf. 

287. Respiratory Insufficiency/ 

288. (respiratory adj (failure$ or insufficienc$)).ti,ab,kf. 

289. "Cystic Adenomatoid Malformation of Lung, Congenital"/ 
290. ((cystic lung or cystic pulmonary or cystic bronchopulmonary) adj (disease$ or disorder 
or syndrome$)).ti,ab,kf. 

291. (bronchogenic cyst$ or bronchopulmonary foregut malformation$).ti,ab,kf. 

292. cystic adenomatoid malformation$.ti,ab,kf. 

293. lobar emphysem$.ti,ab,kf. 
294. (pulmonary sequestration$ or bronchopulmonary sequestration$ or lung sequestration$ 
or extralobar sequestration$ or extra-lobar sequestration$ or intralobar sequestration$ or 
intra-lobar sequestration$).ti,ab,kf. 

295. pulmolithias$.ti,ab,kf. 

296. exp Liver Failure/ 

297. ((liver$1 or hepatic) adj3 fail$).ti,ab,kf. 

298. exp Liver Cirrhosis/ 

299. (cirrhosis adj3 liver$1).ti,ab,kf. 

300. Hepatic Veno-Occlusive Disease/ 

301. ((veno-occlusive or venous occlusive) adj (disease$ or syndrome$ or disorder$)).ti,ab,kf. 

302. Exocrine Pancreatic Insufficiency/ 
303. (swachman-diamond or shwachman-bodian or schwachmann-diamond or 
shwachmann-bodian).ti,ab,kf. 

304. Granulomatosis with Polyangiitis/ 

305. wegener$ granulomatos$.ti,ab,kf. 

306. (granulomatos$ adj3 polyangiit$).ti,ab,kf. 

307. Osteolysis, Essential/ 

308. essential osteolys$.ti,ab,kf. 
309. ((gorham$ or gorham-stout$ or vanishing bone or phantom bone) adj (disease$ or 
syndrome$ or disorder)).ti,ab,kf. 
310. ((arc or arthrogryposis renal dysfunction cholestasis) adj (disease$ or syndrome$ or 
disorder)).ti,ab,kf. 

311. Cerebral Hemorrhage/cn [Congenital] 
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312. Cerebral Hemorrhage, Traumatic/ 

313. Cerebral Hemorrhage/ and Birth Injuries.mp. 

314. (cerebral h?emorrhage$ and (birth$ adj3 injur$)).ti,ab,kf. 

315. Asphyxia Neonatorum/ 

316. asphyxia neonatorum.ti,ab,kf. 

317. ((perinatal$ or neonatal$ or birth$) adj3 asphyxia$).ti,ab,kf. 

318. Rubella Syndrome, Congenital/ 

319. congenital rubella.ti,ab,kf. 

320. exp Cytomegalovirus Infections/cn [Congenital] 

321. (congenital adj (cytomegalovirus$ or cmv)).ti,ab,kf. 

322. Chickenpox/cn [Congenital] 

323. exp Herpes Zoster/cn [Congenital] 

324. Herpesvirus 3, Human/ and congenital$.ti,ab,kf. 

325. ((congenital or fetal or foetal) adj3 (varicella$ or chicken pox$ or VZV)).ti,ab,kf. 

326. Toxoplasmosis, Congenital/ 

327. congenital toxoplasmos$.ti,ab,kf. 

328. exp Hypoxia, Brain/ 

329. ((brain$ or cerebral) adj3 hypoxi$).ti,ab,kf. 

330. Renal Insufficiency/cn [Congenital] 

331. Acute Kidney Injury/cn [Congenital] 

332. Renal Insufficiency, Chronic/cn [Congenital] 

333. Kidney Failure, Chronic/cn [Congenital] 
334. (congenital$ adj3 (kidney failure$ or renal failure$ or kidney insufficienc$ or renal 
insufficienc$)).ti,ab,kf. 

335. (congenital$ adj3 (kidney disease$ or renal disease$)).ti,ab,kf. 

336. Anencephaly/ 

337. (anencephal$ or meroanencephal$ or craniorachischis$).ti,ab,kf. 

338. (aprosencephal$ adj3 open cranium).ti,ab,kf. 

339. Encephalocele/ 

340. (encephalocele$ or cranium bifidum).ti,ab,kf. 

341. Dandy-Walker Syndrome/ 

342. dandy-walker$.ti,ab,kf. 

343. Acrocallosal Syndrome/ 

344. (acrocallosal or acro-callosal or acrocolossal or acro colossal).ti,ab,kf. 

345. Aicardi Syndrome/ 

346. (aicardi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

347. Holoprosencephaly/ 

348. (holoprosencephal$ or arhinencephal$ or holosprosencephal$).ti,ab,kf. 

349. Hydranencephaly/ 

350. (hydranencephal$ or hydrancephal$ or hydroanencephal$).ti,ab,kf. 

351. exp Lissencephaly/ 

352. Microcephaly/ 
353. (lissencephal$ or walker-warburg$ or miller-dieker$ or norman-robert$ or 
microlissencephal$).ti,ab,kf. 
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354. ((fukuyama$ or muscle-eye-brain) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

355. "Malformations of Cortical Development"/ 

356. (microgyria$ or microgyrus or micro-gyria$ or micro-gyrus).ti,ab,kf. 

357. (pachygyria$ or pachgyria$).ti,ab,kf. 

358. agyria$.ti,ab,kf. 

359. Septo-Optic Dysplasia/ 

360. ((septo-optic or septooptic) adj dysplas$).ti,ab,kf. 

361. de morsier$.ti,ab,kf. 

362. (schizencephal$ or schizzencephal$).ti,ab,kf. 

363. Arnold-Chiari Malformation/ 

364. chiari$ malformation$.ti,ab,kf. 

365. Truncus Arteriosus, Persistent/ 

366. (truncus or common arterial trunk$).ti,ab,kf. 

367. "Transposition of Great Vessels"/ 
368. ((transposition$ or dextrotransposition$ or dtransposition$ or levotransposition$ or 
ltransposition$) adj3 (great arter$ or main arter$ or aorta$ or pulmonary arter$ or great 
vessel$ or main vessel$)).ti,ab,kf. 

369. (dextro-tga or d-tga or levo-tga or l-tga).ti,ab,kf. 

370. (double inlet adj3 ventricle$).ti,ab,kf. 

371. DILV.ti,ab,kf. 

372. single ventricle$.ti,ab,kf. 

373. Heart Defects, Congenital/ and Atrial Appendage.mp.  

374. (isomerism adj3 atrial appendage$).ti,ab,kf. 

375. (aspleni$ or polyspleni$ or poly-spleni$).ti,ab,kf. 

376. "Tetralogy of Fallot"/ 

377. (tetralogy adj3 fallot$).ti,ab,kf. 

378. Eisenmenger Complex/ 

379. (eisenmenger$ or tardive cyanos$ or eisenmeyer$).ti,ab,kf. 

380. (pentalogy adj3 fallot$).ti,ab,kf. 

381. Pulmonary Atresia/ 

382. ((pulmonary or bronchopulmonary or lung$) adj3 atresia$).ti,ab,kf. 

383. Tricuspid Atresia/ 

384. ((tricuspid or tri) adj3 atresia$).ti,ab,kf. 

385. Ebstein Anomaly/ 

386. (ebstein$ adj (anomal$ or malformation$)).ti,ab,kf. 

387. Hypoplastic Left Heart Syndrome/ 

388. (hypoplastic left heart adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

389. ((aortic or aorta$) adj3 atresia$).ti,ab,kf. 

390. (mitral adj3 atresia$).ti,ab,kf. 

391. ((absence$ or absent$) adj3 (aorta$ or aortic)).ti,ab,kf. 

392. (aplas$ adj3 (aorta$ or aortic)).ti,ab,kf. 

393. exp Aortic Aneurysm/cn [Congenital] 

394. (((aorta$ or aortic) adj3 aneurys$) and congenital$).ti,ab,kf. 
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395. (hypoplas$ adj3 (aorta$ or aortic)).ti,ab,kf. 

396. (convulsion$ adj3 (aorta$ or aortic)).ti,ab,kf. 

397. (persistent right adj3 (aorta$ or aortic)).ti,ab,kf. 
398. ((anomalous pulmonary venous or anamolous pulmonary venous) adj (connection or 
drainage or return)).ti,ab,kf. 

399. ((absence$ or absent$) adj3 vena$ cava$).ti,ab,kf. 

400. (persistent left adj3 cardinal vein$).ti,ab,kf. 

401. Scimitar Syndrome/ 

402. ((scimitar$ or pulmonary venolobar) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
403. (arteriovenous malformations/ or intracranial arteriovenous malformations/) and 
bilateral.ti,ab,kf. 
404. ((bilateral AV or bilateral arteriovenous or bilateral arterio-venous) adj3 
malform$).ti,ab,kf. 

405. ((trachea$ or windpipe$ or wind-pipe$) adj3 atresia$).ti,ab,kf. 

406. Tracheal Stenosis/ 
407. ((trachea$ or laryngotrachea$ or glottic or subglottic or sub-glottic) adj3 
stenosis).ti,ab,kf. 

408. Bronchopulmonary Dysplasia/ 

409. ((lung$ or pulmonary or bronchopulmonary) adj3 (hypoplas$ or dysplas$)).ti,ab,kf. 
410. ((absence$ or absent$) adj3 (esophag$ or oesophag$ or foodpipe or food-pipe$ or 
gullet$)).ti,ab,kf. 

411. Intestinal Atresia/ 

412. (duoden$ adj3 atresia$).ti,ab,kf. 

413. ((absence$ or absent$) adj3 (intestin$ or gastrointestin$)).ti,ab,kf. 

414. ((intestin$ or gastrointestin$) adj3 atresia$).ti,ab,kf. 

415. ((intestin$ or gastrointestin$) adj3 stenos$).ti,ab,kf. 

416. (cloaca$ adj3 (abnor$ or malform$ or anomal$)).ti,ab,kf. 

417. (cloaca$ adj3 exopthalmo$).ti,ab,kf. 

418. Biliary Atresia/ 

419. (biliary adj3 atresia$).ti,ab,kf. 
420. (extrahepatic ductopen$ or extra-hepatic ductopen$ or progressive obliterative 
cholangiopath$).ti,ab,kf. 

421. (biliary adj3 hypoplas$).ti,ab,kf. 

422. (alagille$ adj3 atresia$).ti,ab,kf. 

423. ((absence$ or absent$) adj3 kidney$).ti,ab,kf. 

424. (potter$ adj (sequence$ or syndrome$ or disease$ or disorder$)).ti,ab,kf. 

425. Oligohydramnios/ 

426. oligohydramn$.ti,ab,kf. 

427. Multicystic Dysplastic Kidney/ 

428. ((kidney$ or renal) adj3 dysplas$).ti,ab,kf. 
429. ((meckel$ or meckelgruber$ or gruber$) adj (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

430. dysencephalia splanchnocystica$.ti,ab,kf. 

431. (pena-shokeir$ or penn-shokeir$).ti,ab,kf. 

432. (larsen$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
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433. Acrocephalosyndactylia/ 

434. acrocephalosyndactyl$.ti,ab,kf. 

435. (pfeiffer$ adj (syndrome$ or disease$ or syndrome$)).ti,ab,kf. 

436. Short Rib-Polydactyly Syndrome/ 

437. short rib$1.ti,ab,kf. 

438. (saldino-noonan$ or majewski$ or verma-naumoff$ or beemer-langer$).ti,ab,kf. 

439. (jeune$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

440. asphyxiating thoracic dysplas$.ti,ab,kf. 

441. exp Chondrodysplasia Punctata/ 

442. chondrodysplasia punctata$.ti,ab,kf. 
443. ((conradi$ or h?nermann$ or happle$) adj3 (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

444. Osteogenesis Imperfecta/ 

445. osteogenesis imperfecta.ti,ab,kf. 

446. ((brittle bone or lobstein$) adj (disease$ or disorder$ or syndrome$)).ti,ab,kf. 

447. Osteochondrodysplasias/ 

448. (spondyloepimetaphyseal or spondyloepiphyseal or spendylo metaphyseal).ti,ab,kf. 

449. Hernia, Umbilical/ 

450. (omphalocele$ or omphalocoele$ or exomphalos).ti,ab,kf. 

451. (hernia$ adj3 umbilic$).ti,ab,kf. 

452. Gastroschisis/ 

453. gastroschis$.ti,ab,kf. 

454. Ichthyosis, Lamellar/ 

455. (lamellar$ adj3 ichthyos$).ti,ab,kf. 

456. ((harlequin$ or harloquin$) adj3 (ichthyos$ or baby or babies or f?etus$)).ti,ab,kf. 

457. (ichthyosis congenita$ or ichthyosis fetalis or keratosis diffusa fetalis).ti,ab,kf. 

458. exp Epidermolysis Bullosa/ 

459. epidermolysis bullosa$.ti,ab,kf. 

460. (johanson-blizzard$ or johanna-blizzard$).ti,ab,kf. 

461. Xeroderma Pigmentosum/ 

462. xeroderma pigmentosum.ti,ab,kf. 

463. Ectodermal Dysplasia/ 

464. lacrimo-auriculo-dento-digital.ti,ab,kf. 

465. ectodermal dysplas$.ti,ab,kf. 

466. ((ladd or eec) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

467. Sturge-Weber Syndrome/ 

468. (sturge-weber or encephalotrigeminal angiomatos$).ti,ab,kf. 

469. Fetal Alcohol Spectrum Disorders/ 

470. f?etal alcohol.ti,ab,kf. 

471. Pierre Robin Syndrome/ 

472. pierre robin$.ti,ab,kf. 

473. Acrocephalosyndactylia/ 

474. (acrocephalosyndact$ or acrocephalopolysyndact$).ti,ab,kf. 
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475. ((apert$ or crouzon$ or saethre-chotzen$ or noack$ or carpenter$ or sakati-nyhan-
tisdale$ or goodman$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

476. Fraser Syndrome/ 

477. (fraser$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

478. cryptophthalmos.ti,ab,kf. 

479. (cyclopia$1 or cyclocephal$ or synophthalmi$).ti,ab,kf. 

480. Goldenhar Syndrome/ 

481. (goldenhar$ or oculo-auriculo-vertebral).ti,ab,kf. 

482. Mobius Syndrome/ 

483. ((m?bius$ or moebius$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

484. Orofaciodigital Syndromes/ 
485. (orofaciodigital or oro-facial-digital or oral-facial-digital or papillon-league$ or 
psaume$).ti,ab,kf. 

486. (robin$ adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 
487. (freeman-sheldon$ or distal arthrogrypos$ or craniocarpotarsal dysplas$ or 
craniocarpotarsal dystroph$ or canio-carpo-tarsal or windmill-vane-hand$ or whistling-
face).ti,ab,kf. 

488. De Lange Syndrome/ 

489. ((de lange$ or bushy$) adj (syndrome$ or disorder$ or disease$)).ti,ab,kf. 

490. amsterdam dwarfism.ti,ab,kf. 
491. (aarskog or faciodigitogenital or facio-digito-genital or facial digital genital or shawl 
scrotum or faciogenital or facio-genital).ti,ab,kf. 

492. Cockayne Syndrome/ 

493. (cockayne$ or neill-dingwall$).ti,ab,kf. 

494. (cerebro-oculo-facio-skeletal or cerebro-oculo-facial-skeletal).ti,ab,kf. 

495. (dubowitz$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

496. (robinow$ or robinhow$).ti,ab,kf. 
497. (f?etal face or f?etal facies or f?etal faces or acral dysostos$ or mesomelic dwarfism or 
covesdem$).ti,ab,kf. 

498. Silver-Russell Syndrome/ 

499. (silver-russell$ or russell-silver$).ti,ab,kf. 

500. (silver$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

501. ((seckel$ or harper$) adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 
502. (microcephalic primordial dwarfism or bird-headed dwarf$ or virchow-seckel 
dwarfism).ti,ab,kf. 

503. Smith-Lemli-Opitz Syndrome/ 

504. (smith-lemli-opitz$ or dehydrocholesterol reductase deficien$).ti,ab,kf. 

505. Prader-Willi Syndrome/ 

506. (prader-willi$ or pradar-willi$).ti,ab,kf. 

507. Rubinstein-Taybi Syndrome/ 

508. (rubinstein-taybi$ or rubenstein-tabyii$ or broad thumb-hallux).ti,ab,kf. 

509. ((rubinstein$ or rubenstein$) adj2 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

510. Nephritis, Hereditary/ 

511. (alport$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

512. (hereditary nephritis or h?emorrhagic familial nephritis).ti,ab,kf. 
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513. (hereditary deafness adj3 nephropath$).ti,ab,kf. 

514. (h?ematuria adj3 nephropath$ adj3 deafness).ti,ab,kf. 

515. Laurence-Moon Syndrome/ 

516. laurence-moon$.ti,ab,kf. 

517. Bardet-Biedl Syndrome/ 

518. (bardet-biedl$ or biedl-bardet$).ti,ab,kf. 

519. Zellweger Syndrome/ 

520. zellweger$.ti,ab,kf. 
521. ((cerebrohepatorenal or cerebro-hepato-renal) adj (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

522. (edward$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

523. "trisomy 18".ti,ab,kf. 

524. (patau$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

525. ("trisomy 13" or "trisomy D").ti,ab,kf. 

526. "trisomy 22".ti,ab,kf. 

527. "trisomy 9".ti,ab,kf. 

528. "trisomy 10".ti,ab,kf. 

529. duplication syndrome$.ti,ab,kf. 

530. (("chromosome 8" or "chr 8") adj5 duplicat$).ti,ab,kf. 

531. Chromosome Duplication/ 

532. exp X Chromosome/ab [Abnormalities] 

533. exp X Chromosome/ and duplicat$.ti,ab,kf. 

534. (("chromosome x" or "chr x") and duplicat$).ti,ab,kf. 

535. (chromosom$ abnormality adj5 duplicat$).ti,ab,kf. 

536. "tetrasomy 5p".ti,ab,kf. 

537. (tetrasomy adj3 mosaic$).ti,ab,kf. 

538. Chromosomes, Human, Pair 5/ and Mosaicism.mp. 

539. Tetrasomy/ 
540. Trisomy/ and (chromosomes, human, pair 9/ or chromosomes, human, pair 10/ or 
chromosomes, human, pair 13/ or Chromosomes, Human, Pair 18/ or chromosomes, 
human, pair 22/) 

541. Chromosome Deletion/ and Chromosomes, Human, Pair 4/ 

542. (delet$ adj5 short arm adj5 "chrom$ 4").ti,ab,kf. 

543. Wolf-Hirschhorn Syndrome/ 
544. ((wolf-hirschhorn$ or wolff hirschorn$ or chromosome deletion dillan$ or pitt-rogers-
dank$ or pitt$) adj3 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

545. Cri-du-Chat Syndrome/ 
546. ((cri du chat$ or crying cat$ or 5p or lejeune$) adj3 (syndrome$ or disease$ or 
disorder$)).ti,ab,kf. 

547. Jacobsen Distal 11q Deletion Syndrome/ 

548. ((jacobsen$ or 11q deletion) adj5 (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

549. exp Monosomy/ and Chromosomes, Human, Pair 9/ 

550. (9p minus or 9p deletion).ti,ab,kf. 

551. (alfi$ adj (syndrome$ or disease$ or disorder$)).ti,ab,kf. 

552. (degouchy$ or de gouchy$ or degrouchy$ or de grouchy$).ti,ab,kf. 
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553. distal 18q.ti,ab,kf. 

554. Hypoventilation/cn [Congenital] 
555. (ondine$ curse or congenital central hypoventilation or primary alveolar 
hypoventilation).ti,ab,kf. 

556. Graft vs Host Disease/ and (Chronic Disease/ or chronic$.ti,ab,kf.) 
557. (((graft vs host or graft versus host) adj (disease$ or syndrome$ or disorder)) and 
chronic$).ti,ab,kf. 

558. exp HIV/ 

559. exp HIV Infections/ 

560. (HIV or human immunodeficiency virus$).ti,ab,kf. 

561. (htlv or human t-lymphotropic virus$ or human t cell lymphotropic virus$).ti,ab,kf. 
562. (acquired immune deficiency syndrome$ or acquired immunodeficiency 
syndrome$).ti,ab,kf. 

563. (AIDS adj3 (virus$ or infection$)).ti,ab,kf. 

564. (AIDS adj (related or associated)).ti,ab,kf. 

565. exp Neoplasms/ 
566. (cancer$ or carcin$ or tumor$ or tumour$ or neoplas$ or adenocarcin$ or oncol$ or 
malignan$).ti,ab,kf. 

567. Cystic Fibrosis/ 

568. (cystic fibrosis or fibrocystic or fibro-cystic or mucoviscidosis or cf).ti,ab,kf. 

569. Cerebral Palsy/ 

570. (cerebr$ adj3 pals$).ti,ab,kf. 

571. Muscle Spasticity/ 

572. spasticit$.ti,ab,kf. 

573. Quadriplegia/ 

574. (spastic$ and (quadripleg$ or tetrapleg$)).ti,ab,kf. 

575. exp Renal Insufficiency/ 

576. ((kidney$ or renal) adj3 (failure$ or insufficienc$)).ti,ab,kf. 

577. (end stage adj3 (kidney or renal)).ti,ab,kf. 

578. (("stage 5" or "stage V") adj3 (kidney or renal)).ti,ab,kf. 

579. (ESRD or ESKD or ESRF or ESKF or CRF or CKF).ti,ab,kf. 

580. or/22-579 

581. Qualitative Research/ 

582. Interview/ 

583. Personal Narratives/ 

584. Grounded Theory/ 

585. Focus Groups/ 

586. Hermeneutics/ 

587. Anthropology, Cultural/ 

588. qualitative.af. 

589. interview$.af. 

590. findings.ti,ab. 

591. experiences.ti,ab. 

592. views.ti,ab. 
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593. perspective$.ti,ab. 

594. beliefs.ti,ab. 

595. attitude$.ti,ab. 

596. narrative.ti,ab. 

597. ethnograph$.ti,ab. 

598. (case study or case studies).ti,ab. 

599. thematic analysis.ti,ab. 

600. themes.ti,ab. 

601. grounded theory.ti,ab. 

602. field notes.ti,ab. 

603. audio record$.ti,ab. 

604. focus group$.ti,ab. 

605. conversation$ analys$.ti,ab. 

606. descriptive stud$.ti,ab. 

607. discourse analys$.ti,ab. 

608. exploratory analys$.ti,ab. 

609. exploratory stud$.ti,ab. 

610. Hermeneutic$.ti,ab. 

611. naturalistic.ti,ab. 

612. phenomenolog$.ti,ab. 

613. participatory.ti,ab. 

614. semi structured.ti,ab. 

615. key informant$.ti,ab. 

616. cultural anthropology.ti,ab. 

617. narration.ti,ab. 

618. narrative analysis.ti,ab. 

619. inductive.af. 

620. content analysis.ti,ab. 

621. discourse analysis.ti,ab. 

622. or/581-621 

623. 8 and 21 and 580 and 622 
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Supplemental Material Table 1 Key Characteristics of Included Studies 

 

Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Cancer     

Brody and 

Simmons, 

2006 

To explore 

the challenges 

that fathers 

face following 

their child’s 
cancer 

diagnosis, 

how they 

cope with and 

adapt to this 

diagnosis. 

 

 

Not stated 

US 

University 

paediatric 

oncology 

clinic, 

Kentucky 

Qualitative 

descriptive 

design 

Semi-

structured 

interviews 

Open coding 8 fathers 

Relationship: 

married (5), 

separated/ divorced 

(2), single parent (1) 

Other children: 

More than 1 child (7) 

Ethnicity: Caucasian 

(8) 

Health: poor/fair 

(4), very 

good/excellent (4) 

Age: 4-16 years (M= 8.2) 

Sex: Female (2), Male (6) 

Diagnosis: Acute 

lymphoblastic 

leukemia (4), T cell 

lymphoma (1), 

Ewing sarcoma (1), 

rhabdomyosarcoma 

(1), blastoma liver 

cancer (1), made 3 

months to 2 years 

before study. 

Treatment: 

chemotherapy (8), 

radiation (4), 

surgical (4), 

receiving treatment 

at time of interview 

or completed 

within last 12 

months. 

Chamberlai

n, 

2007Chamb

erlain [42] 

To explore 

resilience in 

fathers of 

children with 

leukemia 

 

 

Not stated 

 

 

US 

Leukemia 

& 

Lymphom

a society 

Not stated 

Semi-

structured 

interviews 

Grounded 

theory 

8 

biological 

fathers 

Age: 27-51 years 

Ethnicity: Caucasian 

(8) 

Relationship: 

married (7), divorced 

(1) 

Religion: Christian 

(3), Catholic (2), 

Baptist (1), none (2) 

Age: 4-17 years (2-13 at 

diagnosis) 

Sex: male (5), female (3) 

 

Diagnosis: 

leukemia in 

remission 

Treatment: out of 

treatment (5), still 

in treatment (3) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: range 

of occupations 

(income $60,000-

$2,000,000) 

 

Chesler and 

Parry 2001 

To explore 

the 

experiences of 

fathers of 

children with 

cancer with a 

particular 

focus on how 

such 

experiences 

are influenced 

by gender. 

1978-1998 US 

Participan

ts 

identified 

from 

survey 

data 

(1978-

1998), 

focus 

group 

conducted 

at 

conferenc

e 

Not stated 

In-depth 

interviews, 

workshops 

Deductive 

coding using 

stress 

framework 

followed by 

inductive 

coding using a 

grounded 

theory 

approach 

167 

bereaved 

and non-

bereaved 

fathers 

Age: varies 

significantly* 

Education: varies 

significantly amongst 

sample* 

Occupation: varies 

significantly amongst 

sample* 

 

*characteristics not 

described in detail 

Not stated 

Treatment: some 

children still in 

treatment, some 

who had 

successfully 

completed 

treatment. Some 

children had died. 

 

Clarke, 

2005 

To describe 

fathers' 

experiences of 

having a child 

with cancer, 

with a focus 

on home 

healthcare 

work 

concerns. 

Not stated Canada 

Recruited 

through 

support 

groups/ 

partners/ 

researcher

s personal 

network. 

Child 

treat in 

geographi

cal 

location 

in past 5 

years 

Not stated 
Qualitative 

interviews 

Deductive 

coding based 

on home 

healthcare 

work 

16 fathers 

Age: M=44; 

Relationships: 

married/ long-term 

(15), separated (1); 

Employment: 

variety of 

occupations, 44% 

reduced work hours 

at diagnosis, 1 

stopped working 

completely 

Nationality: English, 

French, Canadian, 

Scottish, Latin 

American, 

 

Age: M=10, M=7 at 

diagnosis. 

 

 

Treatment: 

Treated within last 

5 years, length of 

treatment M=26 

months 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Portuguese, Irish 

Canadian 

Cluley, 2015 

To explore 

the 

experiences of 

fathers of 

children with 

cancer and 

how they 

understand 

their role in 

their child’s 
illness 

Not stated 
New 

Zealand 

Child 

Cancer 

Foundatio

n 

Narrative 

inquiry- social 

constructionist 

approach 

Narrative 

interviews 

Narrative 

analysis 

12 

biological 

fathers 

Age: 33-54 years 

Ethnicity: New 

Zealand European 

(7), English (3), South 

African (1), Cook 

Island Māori (1) 
 

Age: 4-12 years 

 

Diagnosis: cancer 

including acute 

lymphocytic 

lymphoma, 

Burkett's 

Lymphoma, throat 

& mouth cancer, T-

cell lymphoma, 

Wilm's tumor and 

Ependymoma 

Treatment: 

surgery, 

chemotherapy, 

radiotherapy- 

outpatients at time 

of study 

Hill, 

Higgins and 

Dempster, 

2009 

To explore 

fathers’ 
perceptions 

of their role 

during their 

child’s 
treatment for 

acute 

lymphoblastic 

lymphoma 

Not stated 

 

Northern 

Ireland 

Treating 

hospital 
Phenomenology 

Semi-

structured 

interviews 

IPA 5 fathers 

Age: 31-42 years 

Relationships: 

married and living 

with child and partner 

(5) 

Other children: 

more than 1 child (4), 

child born during 

treatment (3) 

Employment: Full 

time (5) 

Age: 18 months-7 years at 

time of diagnosis; 

 

Diagnosis: ALL, in 

remission. 

Treatment: 

completed within 

last 2.5. years. 

 

Jones and 

Neil-Urban, 

2003 

To investigate 

the 

experiences of 

Not stated US Hospital 

Group 

phenomenologi

cal approach 

Focus 

groups 

Grounded 

theory, 

constant 

10 fathers 

including 

1 

Age range: 25-56 

years (mean= 40 

years) 

Age: 3-16 years (M=1.5) 

Sex: male (5), female (5) 

 

Diagnosis: 

Cerebellum 

Meduloblastoma, 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

fathers of 

children with 

cancer with a 

focus on the 

caregiving 

experience 

comparison 

method, 

group process 

analysis 

(secondary 

analysis) 

grandfath

er and 2 

step-

fathers 

Ethnicity: Caucasian 

(9), Hispanic (1) 

Relationships: 

Married (10); 

Occupation: 

Employed (9), retired 

(1); 

Ewings Sarcoma, 

Leukemia (ALL, 

AML), Osteogenic 

Sarcoma, T-cell 

Lymphoma 

Treatment: 

children currently 

in treatment. 

Length= 2 months-

14 years (M=1.5 

years) 

Mojica, 

2018 

To explore 

masculinity, 

caregiving and 

coping in the 

context of 

having a child 

with cancer 

Not stated US 
Paediatric 

hospital 
Mixed methods 

Open-

ended 

questions 

Content 

analysis 
20 fathers 

Age range: 26-55 

years (M=39 years) 

Relationship: 

married (11), 

unmarried (8), 

divorced (1) 

Nationality: 

Mexican (14), 

Ecuadorian (2), 

Honduran (1), 

Mexican-American 

(1), Peruvian (1), 

Puerto Rican (1) 

Religion: Roman 

Catholic (14), 

Protestant (2), 

Mormon (1), none (4) 

Employment: 

employed (19) 

(including forklift 

driver, assistant 

manager, factory 

worker, cook), 

Age: 1-18 years (M=2.5 

years) 

 

 

 

Diagnosis: 

leukemia (12), 

osteosarcoma (2), 

neoplasm (6) 

Time since 

diagnosis: 3-5 

months (5), 6-8 

months (5), 9-12 

months (4), >1 year 

(2), >3 years (4) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

unemployed (1) (9 

partners unemployed) 

Education: 1st-8th 

grade (7), 9-12th 

grade (6), General 

Educational 

Development (1), 

some college (5), 

master's degree (1) 

Residence: Chicago 

(10), suburban 

Chicago (6), >40 

miles from Chicago 

(4) 

Other children: only 

child (4), other 

children (2-4) (16) 

 

 

Neil-Urban 

and Jones 

2002 

To describe 

the 

experiences 

and coping of 

fathers who 

have a child 

with cancer 

Not stated US Hospital 

Group 

phenomenologi

cal approach 

Focus 

groups 

Thematic 

approach  

10 fathers 

including 

1 

grandfath

ers and 2 

step-

fathers 

Age range: 25-56 

years (mean= 40 

years); 

Ethnicity: Caucasian 

(9), Hispanic (1); 

Relationships: 

Married (10); 

Employment:  

Employed (9), retired 

(1); 

Age: 3-16 years (M=1.5) 

Sex: male (5), female (5) 

 

Diagnosis: 

Cerebellum 

Meduloblastoma, 

Ewings Sarcoma, 

Leukemia (ALL, 

AML), Osteogenic 

Sarcoma, T-cell 

Lymphoma 

Treatment: 

children currently 

in treatment. 

Length= 2 months-

14 years (M=1.5 

years) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Nicholas et 

al., 2009 

To examine 

experiences of 

fatherhood in 

the context of  

childhood 

cancer from 

the 

perspectives 

of fathers 

Not stated Canada 

Central 

paediatric 

hospital 

Grounded 

Theory 

Semi-

structured 

interviews 

Grounded 

Theory 

16 fathers 

including 

14 

biological 

fathers, 1 

adoptive 

father and 

1 step-

father 

Age range: 20-60 

years (M=43 years) 

Country of birth: 

Canada (10), 

Afghanistan (1), India 

(1), Pakistan (1), 

Portugal (1), Trinidad 

(1), US (1) 

 

Age: 1-17 years 

Diagnosis: 

leukemia or 

oncological disease 

Treatment: active 

treatment at time of 

interview 

 

Ogg, 1997 

To examine 

the effect of a 

paediatric 

cancer 

diagnosis 

from fathers’ 
perspectives 

Not stated US 

Haematol

ogy/ 

oncology 

outpatient 

clinic at 

medical 

centre 

Not stated 
Structured 

interviews 

Grounded 

Theory 
7 fathers 

Age: 25-43 years 

(M=36) 

Ethnicity: Caucasian 

(3), Latino (3), Asian 

(1) 

Education: high 

school (6), some 

college (5) 

Employment: full 

time (6), unemployed 

(1) 

Income: <$15,000 

(1), $15,000-29,999 

(1), $30,000-44,999 

(3), $45,000-59,000 

(2) 

 

Not stated 

Diagnosis: Acute 

Lymphoblastic 

Lymphoma (ALL) 

(6), spinal chord 

tumour (1) 

Time since 

diagnosis: 2- 8 

weeks 

Robinson et 

al., 2019a 

To explore 

the paternal 

roles, 

responsibilitie

s, strengths, 

challenges, 

personal 

growth and 

December 

2018- February 

2019 

US 
Paediatric 

Hospital 
Not stated 

Semi-

structured 

interviews 

Semantic 

content 

analysis 

4 fathers 

Ethnicity: Caucasian 

(4) 

Education: 

completed college (2), 

some college (2) 

Occupation: manual 

work (2), office work 

(2) 

Age: 5-14 years (M= 9.25 

years) 

Sex: male (2), female (2) 

Diagnosis: brain 

tumour, 3-168 

months since 

diagnosis (M=47.8 

months) 

Treatment: in 

hospital at time of 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

support needs 

of fathers of 

children with 

brain tumors. 

Primary caregiver: 

mother (1), father (1), 

both (2) 

interview (3), 

outpatient (1) 

Wolff et al., 

2010 

To look at 

how fathers 

describe their 

experiences 

and 

challenges, 

sources of 

support and 

coping and 

unique 

challenges 

described by 

single fathers 

and those 

from racial 

and ethnic 

minority 

groups. 

Not stated US 
Paediatric 

Hospital 

Life-story 

method 

Semi-

structured 

interviews 

Narrative 

analysis with 

multiple case 

studies 

15 

fathers- 

primary 

medical 

caretakers 

Age range: 32-56 

years (M=44) 
Not stated 

Diagnosis: Cancer 

or SCD diagnosed 

at least 6 months 

prior to interview. 

Sickle cell disease, 

leukemia, brain 

tumour, other 

tumour. 

Wolff et al., 

2011 

To 

understand 

why fathers 

assume the 

primary 

caregiving 

role to their 

child with a 

life-

threatening 

illness; to 

examine how 

Not stated US 
Paediatric 

Hospital 

Life-story 

method 

Semi-

structured 

interviews 

Narrative 

analysis with 

multiple case 

studies 

As above As above As above As above 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

they describe 

their reasons 

for assuming 

this role and 

how race, 

ethnicity and 

socioeconomi

c status shape 

this decision 

Wills, 2009 

To describe 

the 

experiences 

coping 

strategies of 

fathers of 

children with 

acute 

lymphocytic 

leukemia 

Not stated China 

Paediatric 

oncology 

ward, 

large 

teaching 

hospital, 

Hong 

Kong 

Not stated 

Semi-

structured 

interviews 

Qualitative 

data analysis 

using matrix 

system  

8 fathers 

Age: M=38 years 

Number of other 

children: 1(1), 2(4), 

4(3) 

Education: 

Elementary school 

(2), High school (3), 

some university (1), 

university (2) 

Employment: 

Employed (8) 

(Hairdresser, driver, 

businessman, police 

officer, insurance) 

Age range: 9 months-14 

years 

Sex: male (4), female (4) 

Diagnosis: acute 

lymphoblastic 

lymphoma 

Congenital Heart Defect     

Bright et al., 

2013 

To examine 

the 

relationship 

between 

fathers and 

their infant 

with CHD 

Not stated Australia 
Paediatric 

hospital 
Mixed methods Interviews 

Qualitative 

analysis 
63 fathers 

Age range: 9.63-

48.46 years (M=34.33 

years) 

Education: 64% 

fathers completed 

secondary school, 

30% completed 

university education. 

Occupation: 5% 

Age range: 42-202 days 

(M=81.31 days) 

Sex: male (34), female (29) 

Time between discharge 

& interview: M=61.84 

days 

Length of stay: 1-14 days 

(27%), 29-42 days (16%), ≥ 

43 days (25%) 

Diagnosis: 

congenital heart 

defect 

BMJ Publishing Group Limited (BMJ) disclaims all liability and responsibility arising from any reliance
Supplemental material placed on this supplemental material which has been supplied by the author(s) BMJ Support Palliat Care

 doi: 10.1136/bmjspcare-2021-003019–12.:10 2021;BMJ Support Palliat Care, et al. Fisher V



Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

fathers reported that 

government benefit 

was their main source 

of income. 

SES: The Daniel 

Scale of Occupational 

Prestige (1= high 

SES, 7= low SES). 

Average 4.35 

 

Bruce, 

Lindh and 

Sundin, 

2016 

To explore 

the 

experiences 

and meaning 

of support 

from the 

perspectives 

of fathers of 

children with 

congenital 

heart defects 

2009 Sweden 

Paediatric 

cardiac 

outpatient 

clinic 

Phenomenologi

cal-hermeneutic 

Narrative 

interviews 

Phenomenolo

gical- 

hermeneutic 

method for 

interpreting 

narrative 

interviews  

5 fathers 

Age range: 24-47 

years (M=37.8 years) 

Relationship: 

married (3), 

cohabiting (2) 

Employment: 

Employed (5) 

Other children: 

More than one child 

(2) 

Age: 3-12 years (M=6.6 

years), born between 1996 

& 2006 

Sex: male (4), female (1) 

Diagnosis: Aortic 

stenosis, 

hypoplastic left 

heart syndrome, 

tetralogy of Fallot, 

pulmonary atresia 

 

Clark and 

Miles, 1999 

To explore 

the 

experiences of 

fathers whose 

infants were 

diagnosed 

with severe 

congenital 

heart disease 

Not stated US 

NICU, 

ICU, 

paediatric 

ICU 

Not stated 

Longitudina

l semi- 

structured 

interviews 

at diagnosis 

and 12 

months 

post-

diagnosis 

Content 

analysis 
8 fathers 

Age range: 23-40 

years (M=28 years) 

Relationship: 

married (7) 

Ethnicity: white (6), 

Asian (1), African 

American (1) 

Education: high 

school (8), 

college/some college 

(5), graduate school 

(2) 

Age: infant-18 months 

 

Diagnosis: 

tetralogy of Fallot, 

atrial ventricular 

septal defect, 

coarctation of the 

aorta, 

supraventricular 

tachycardia, 

transportation of 

the great vessels, 

double-outlet right 

ventricle, 

pulmonary atresia 

Treatment: 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Other children: 1 

child (6), 2 children 

(2) 

hospitalised, 

technology 

dependent at time 

of enrolment, 

surgery (7) 

including heart 

transplant (1) 

 

Gower et 

al., 2017 

To explore 

the lived 

experiences of 

fathers of 

children with 

a congenital 

heart defect 

Not stated UK 
Regional 

clinic 
Not stated 

Semi-

structured 

interviews 

IPA 6 fathers 

Age: 28-49 years 

Relationship: lived 

with child & partner 

(6) 

Other children: first 

time father (2), other 

children (4) 

Employment: full-

time (6) 

Age: 7 months-2 years 

 

Diagnosis: 

congenital heart 

hefect 

Treatment: 1-3 

corrective 

procedures- several 

awaiting further 

surgeries 

 

Robinson, 

2019b 

To 

understand 

the needs, 

role 

understanding 

and resiliency 

in fathers of 

children 

receiving 

cardiac care 

with a new 

palliative care 

referral 

Not stated US 
Children’s 
hospital 

Not stated Interviews 

Semantic 

content 

analysis 

10 fathers 

Ethnicity: African 

American (1), 

Caucasian (8), 

Hispanic (1) 

Lives with child: yes 

(7), no (3) 

Number of other 

children in home: 0 

(3), 1 (3), 2 (2), 3 (2) 

Marital status: 

married (7), engaged 

(2), single (1) 

Education:  high 

school diploma (4), 

some college (3), 

college completion 

(3) 

Sex: male (8), female (2) 

Age: 7 months to 7 years 

(M=19 months). 

Diagnosis: heart 

condition requiring 

surgery, diagnosed 

an average of 17 

months prior to 

interview. 

Interviews within 

two weeks of 

surgery. 8 in ICU at 

time of interview. 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: 

labourer (5), 

sales/retail (2), stay at 

home father (1), 

teacher (2) 

Primary caregiver: 

mother (4), father (1), 

both (5) 

Cystic fibrosis     

Hayes and 

Savage, 

2008 

To examine 

the emotional 

impact of 

caring for a 

child with CF 

from fathers’ 
perspectives 

Not stated Ireland 

Cystic 

fibrosis 

centre 

Not stated 
Qualitative 

interviews 

Thematic 

content 

analysis 

8 

biological 

fathers 

Education: at least 

second level 

education (8) 

Relationship: 

married (8) 

Employment: 

employed (8) 

Age: 18 months-6 years 

Diagnosis: cystic 

fibrosis, diagnosed 

for at least 1 year 

 

Priddis et 

al., 2010 

To explore 

fathers’ 
perceptions 

of the familial 

impact of 

their infant’s 
CF diagnosis 

Not stated Australia 

Paediatric 

care 

provider 

Not stated 

Semi-

structured 

interviews 

Content 

analysis 
15 fathers 

Age: 28-52 years 

(M=37.33 years) 

Relationship: 'intact' 

family (15) 

Residence: 

metropolitan area 

(10), country (5) 

Other children: 

other children at 

home (11) 

Age: 0.75-5.75 years 

(M=3.4 years) 

Diagnosis: cystic 

fibrosis, diagnosed 

at least 6 months 

prior to study, 

mean age at 

diagnosis 5.6 weeks 

 

Shardonofs

ky et al., 

2019 

To explore 

fathers’ 
perspectives 

of caring for a 

child with 

cystic fibrosis 

Not stated US 

Cystic 

fibrosis 

centres 

Descriptive 

Phenomenology 

Semi-

structured 

interviews 

Descriptive 

phenomenolo

gy 

20 fathers 

Age: 26-54 years 

(M=38.7 years) 

Education: High 

school (2), some 

college (9), Bachelor’s 
degree (7), Master’s 
degree (1), PhD (1) 

Age: 5-17 years (M=7.6 

years) 

Sex: male (14), female (6) 

 

Genotype: 

DF508/DF508 

(14), other (6) 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Employment: Full 

time employed (19), 

unemployed (1) 

Health insurance: 

Private through 

employer (16), private 

bought outright (1), 

Medicaid/ Medicare 

(3) 

Ethnicity: White 

(16), Hispanic (3), 

Asian/ Indian (1) 

Married to mother 

of child with CF: 

Yes (18), No (2) 

(both co-parenting) 

Number of children 

with CF: 1 (16), 2 

(3), 3 (1) 

Genetic conditions     

Rivard and 

Mastel-

Smith, 2014  

To describe 

the 

experiences of 

fathers who 

have children 

diagnosed 

with a genetic 

disorder. 

Recruitment 

April-October 

2012 

US 

Identified 

via nurses, 

physicians

, genetic 

counsellor

s, 

snowball 

sampling, 

email, 

internet, 

word-of-

mouth 

Phenomenology 

Semi-

structured 

interviews 

IPA 

6 

biological 

fathers 

Education: college 

(6) 

Ethnic group: White 

(6) 

Relationship: 

married (6) 

Income: $20,000-

115,000 per year 

Not stated 

Diagnosis: 

Genetic Disorder 

(Galactosemia, 

Prader-Willi-

Syndrome, 

Isovaleric acidemia, 

very-long-chain-

acyl-CoA de-

hydrogenase 

deficiency 

(VCLAD), Downs 

Syndrome, 

osteogenesis 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

imperfecta, type 1) 

 

Time since 

diagnosis ranged 

from 15 months to 

13 years. 

 

Life-limiting conditions     

Bailey-

Pearce et 

al., 2018 

To explore 

the 

experiences of 

fathers of 

children with 

a LLC and to 

examine how 

their 

attachment 

strategies 

influence 

these 

experiences. 

Not stated UK 

Identified 

via 

communit

y 

paediatric 

nursing 

team 

Narrative 

approach 

Narrative 

interviews 

Narrative 

analysis 

7 

biological 

fathers 

Age: 27-54 years 

Relationships: In 

relationship with 

child's mother (5), 

separated since 

diagnosis (2) 

Other: 1 father had 2 

children, both with a 

LLC 

Not stated 

Diagnosis: 

diagnosed with a 

LLC for at least 1 

year 

 

Davies et 

al., 2013 

To explore 

fathers’ 
perspectives 

of the care 

received from 

healthcare 

professionals 

during their 

child’s illness 
and death 

Not stated US 

Paediatric 

palliative 

care 

settings 

Grounded 

Theory 

Semi-

structured 

interviews, 

field notes, 

genograms, 

reflexive 

journaling, 

interview 

debriefing 

Open coding, 

constant 

comparative 

analysis 

60 

bereaved 

fathers 

including 

55 

biological 

fathers, 3 

step-

fathers, 1 

uncle & 1 

grandfath

er/ 

Age: 24-60 years 

Relationship: 

married (53), 

divorced (5), single 

(1), widowed (1) 

Education: high 

school education (55) 

Occupation: High 

average income 

Age at time of death: 21 

years or younger 

Diagnosis: Life-

threatening illness 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

adoptive 

father 

Davies et 

al., 2010 

To provide a 

description 

and 

theoretical 

explanation of 

fathers’ 
experiences of 

their child’s 
life-limiting 

illness 

Not stated US 

Paediatric 

hospice 

home care 

program 

Grounded 

Theory 

In-depth 

unstructure

d interviews 

Grounded 

Theory 

8 

bereaved 

fathers 

Age: 34-39 years 

Relationship: 

married (8) 

Ethnicity: Caucasian 

(7), African American 

(1) 

Religion: Protestant 

(3), Catholic (3), 

Jewish (1) 

Employment: 

employed (6), student 

(1), absence of leave 

(1), varied incomes. 

Age at time of death: 3 

months- 14 years 

Sex: male (4), female (4) 

Diagnosis: spinal 

muscular atrophy 

(2), Tay Sachs (1), 

cancer (5) 

 

Nicholas et 

al., 2016 

To explore 

father’s 
experience 

and support 

provision 

preferences in 

relation to 

their child’s 
life-limiting 

illness 

Not stated Canada 

Tertiary 

level 

paediatric 

hospitals 

Grounded 

Theory 

Semi-

structured 

interviews 

Grounded 

Theory 

18 fathers 

including 

6 

bereaved 

and 12 

non-

bereaved 

Relationship: 

married (17), 

divorced (1) 

Employment: 

employed (17), 

unemployed (1) 

Education: high 

school (1), college or 

university (12), post-

graduate or 

professional degree 

(2) 

Employment: Full 

time (16), 

unemployed (1), 

income range 

$40,000->$120,000 

Age: <18 years 

Birth year: 1993-2007 

 

Diagnosis 

(primary): Cerebral 

palsy, hypoplastic 

left heart syndrome, 

epilepsy (Dravet 

syndrome), 

metacromatic 

leukodystrophy, 

pulmonary 

hypertension, 

Cystic fibrosis, 

Cancer (Ewing 

sarcoma, 

Neuroblastoma, 

Rhabdomyosarcom

a, lymphoma, 

Neuroectodermal 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Religion: Catholic 

(6), Christian (6), 

Christian, Islamic (1), 

Islamic (1), Jehovah's 

Witness (1), Spiritual 

(1) 

tumour, osteogenic 

sarcoma, t-cell 

leukemia)- 

diagnosed at least 6 

months prior to 

study 

Rigby, 2013 

To explore 

the 

experiences 

and grief of 

fathers 

following the 

loss of their 

child to a life-

limiting 

condition. 

Not stated US 

Recruitme

nt across 

3 states 

Secondary 

analysis 

Semi-

structured, 

in-depth 

and follow-

up 

interviews 

Qualitative 

analysis 

24 

bereaved 

fathers 

Age: M=43 

Ethnicity: Caucasian 

(15), Mexican/ Latino 

(4), Asian (2), 

African- American 

(2), Indian (1) 

Religion: Catholic 

(9), Protestant (9), No 

religion (5), Hindu (1) 

Age at time of death: 

M=7.6 

Sex: Female (12), Male (12) 

Years since death: 3 

months- 3.1 years (M=1.7 

years) 

Diagnosis: 

chronic, genetic or 

traumatic life-

limiting condition 

 

Ware and 

Raval, 2007 

To investigate 

the 

experiences of 

fathers of 

children with 

a life-limiting 

illness and 

how it has 

affected them 

and their 

family 

relationships. 

Not stated UK 

Recruited 

via several 

sources 

(newslette

r, parent 

support 

groups, 

voluntary 

organisati

ons) 

Phenomenology 

Semi-

structured 

interviews 

Interpretive 

phenomenolo

gical analysis 

8 fathers 

Ethnicity: Caucasian 

(8) 

Relationship: lived 

with child's mother 

(5), primary carer for 

child (0) 

Religious beliefs: 

Christian 

 

Not stated 

Diagnosis: 

category 3 

conditions 

(progressive, no 

cure, palliative 

treatment may 

extend over many 

years) 

 

Neurological conditions     

Applebaum 

and 

To examine 

the 

experiences of 

Not stated US 

Referred 

via 

healthcare 

Phenomenology Interviews 
Thematic 

analysis 

6 

biological 

fathers 

Age: 25-60 years 

(median 42.5); 
Age: 5-27 years 

Diagnosis: Severe 

cerebral palsy 
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Study Aim 
Year of data 

collection 
Country Setting Methodology 

Data 

collection 

Data 

analysis 
Sample 

Participant 

demographics 

Child 

demographics 
Disease characteristics 

Smolowitz, 

2012 

fathers of 

children with 

severe 

cerebral palsy. 

staff at 

residential 

facility 

Ethnicity: Caucasian 

(5), Hispanic (1) 

Relationship: 

married (5), remarried 

to new partner (1) 

Residence:  school facility 

(4), at home (2) 

Sex: male (3), female (3) 

 

Lucca and 

Petean, 

2016 

To 

understand 

the 

experiences of 

fathers of 

children with 

Duchenne 

Muscular 

Dystrophy 

(DMD) 

Not stated Brazil 

Associatio

n of 

Muscular 

Dystroph

y in 

Ribeirão 

Preto 

Not stated 

Semi-

structured 

interviews 

Content 

analysis 
8 fathers 

Age: 35-65 years 

Relationship: 

married (10) 

Employment: 

salaries 3-10 times the 

minimum wage; 

Other children: 2 

children (7), 4 

children (1), 2 

children with DMD 

(1) 

Age: 10 years or older; 

Sex: male (10) 

 

Diagnosis: 

Duchenne 

Muscular 

Dystrophy (DMD) 
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Supplemental Material Quality Appraisal Table for Included Studies 

 

 
Table a; quality appraisal of included studies using modified CASP tool 

Cancer CHD 

Question 

Study Brody, 
2007 

Chamberlain, 
2007 

Chesler, 
2001 

Clarke, 2005 Cluley, 
2015 

Hill, 
2009 

Jones, 
2003 

Mojica, 
2016 

Neil-
Urban, 
2002 

Nicholas, 
2009 

Ogg, 
1997 

Robinson, 
2019 

Wolff, 
2010 

Wolff, 
2011 

Wills, 
2009 

Bright, 
2016 

Rating Medium Medium Medium Low High High Medium Low Medium High Medium Medium High High Medium Low 
1. Was there a clear 
statement of the aims 
of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

2. Is the qualitative 
methodology 
appropriate? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

3. Was the research 
design appropriate to 
address the aims of 
the research? 

Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

4. Are the studies 
theoretical 
underpinnings clear, 
consistent and 
conceptually 
coherent? 

No No No No Yes Yes No Can’t tell No Yes Yes No Some- 
what 

Some- 
what 

No No 

5. Was the 
recruitment strategy 
appropriate to the 
aims of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

6. Was the data 
collected in a way that 
addressed the 
research issue? 

Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Somewhat Yes Yes Some- 
what 

Some- 
what 

7. Has the 
relationship between 
researcher and 
participants been 
adequately 
considered? 

Can’t tell Can’t tell Somewhat Can’t tell Yes Yes Can’t tell Can’t tell Can’t tell Yes Can’t 
tell 

Somewhat Yes Yes Can’t tell No 

8. Have ethical issues 
been taken into 
consideration? 

Yes Yes Yes Can’t tell Yes Yes Can’t tell Yes Can’t tell Yes Yes Somewhat Can’t 
tell 

Can’t 
tell 

Some- 
what 

Can’t 
tell 

9. Was the data 
analysis sufficiently 
rigorous? 

Yes Yes Yes Somewhat Yes Yes Yes Somewhat Yes Yes Yes Somewhat Yes Yes Some- 
what 

Can’t 
tell 

10. Is there a clear 
statement of 
findings? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 
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Cancer CHD 

Question 

Study Brody, 
2007 

Chamberlain, 
2007 

Chesler, 
2001 

Clarke, 2005 Cluley, 
2015 

Hill, 
2009 

Jones, 
2003 

Mojica, 
2016 

Neil-
Urban, 
2002 

Nicholas, 
2009 

Ogg, 
1997 

Robinson, 
2019 

Wolff, 
2010 

Wolff, 
2011 

Wills, 
2009 

Bright, 
2016 

Rating Medium Medium Medium Low High High Medium Low Medium High Medium Medium High High Medium Low 
11. How valuable is 
the research? 

a, b, c* a, b, c* a, b, c* a, c* a, b, c* a, b, 
c* 

a, b, c* a, b, c* b* a, b, c* a, b, c* a, b , c* a, b, c* a, b, c* a, b, c* a, b, c* 

 

 
*a. Findings considered in relation to existing research  

  b. Discussion relating to implications of findings upon practice or policy 

  c. Identification of areas in which further research is necessary   
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Table b; quality appraisal of included studies using modified CASP tool continued 

Congenital Heart Defect 
Cystic Fibrosis Genetic 

conditions 
Life-limiting conditions Neurological conditions 

Question 

Study Bruce, 
2016 

Clark, 1999 Gower, 
2016 

Robinson, 
2019 

Hayes, 
2008 

Priddis, 
2010 

Shardo- 
nofsky, 
2009 

Rivard, 2014 Bailey-
Pearce, 
2017 

Davies, 
2013 

Davies, 
2004 

Nicholas, 
2016 

Rigby, 
2012 

Ware, 
2007 

Applebaum, 
2012 

Lucca, 2016 

Rating High Medium High Low/Medium High Low Medium High High High High High Medium High High Low/Medium 
1. Was there a clear 
statement of the aims 
of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

2. Is the qualitative 
methodology 
appropriate? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

3. Was the research 
design appropriate to 
address the aims of 
the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

4. Are the studies 
theoretical 
underpinnings clear, 
consistent and 
conceptually 
coherent? 

Yes No Some- 
what 

Can’t tell No No Yes Yes Yes Some-
what 

Yes Somewhat Some-
what 

Yes Yes No 

5. Was the 
recruitment strategy 
appropriate to the 
aims of the research? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

6. Was the data 
collected in a way that 
addressed the 
research issue? 

Yes Yes Yes Somewhat Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

7. Has the 
relationship between 
researcher and 
participants been 
adequately 
considered? 

Yes Can’t tell Some- 
what 

Can’t tell Can’t 
tell 

Some- 
what 

Yes Can’t tell Yes Can’t tell Some-
what 

Somewhat Some-
what 

Yes Yes Can’t tell 

8. Have ethical issues 
been taken into 
consideration? 

Yes Can’t tell Yes Can’t tell Yes Some- 
what 

Some- 
what 

Some- what Yes Some- 
what 

Yes Yes Some-
what 

Yes Can’t tell Can’t tell 

9. Was the data 
analysis sufficiently 
rigorous? 

Yes Somewhat Yes Yes Yes Yes Some-
what 

Yes Yes Yes Yes Yes Some-
what 

Yes Yes Some-what 

10. Is there a clear 
statement of 
findings? 

Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes Yes 

11. How valuable is 
the research? 

a,b* a, b, c* a, b, c* a, b* a, b, c* a, b, c* a, b* a, b, c* a, b, c* a, b c* a, b, c* a, b, c* a, b, c* a, b, c* a, b, c a, b, c* 
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*a. Findings considered in relation to existing research  

  b. Discussion relating to implications of findings upon practice or policy 

  c. Identification of areas in which further research is necessary  
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