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Abstract
Background: Specialist paediatric palliative care services are promoted as an important component of palliative care provision, but 
there is uncertainty about their role for children with cancer.
Aim: To examine the impact of specialist paediatric palliative care for children and young people with cancer and explore factors 
affecting access.
Design: A mixed-methods systematic review and narrative synthesis (PROSPERO Registration No. CRD42017064874).
Data sources: Database (CINAHL, Cochrane Database of Systematic Reviews, Embase, MEDLINE, PsycINFO) searches (2000–2019) 
identified primary studies of any design exploring the impact of and/or factors affecting access to specialist paediatric palliative care. 
Study quality was assessed using The Mixed Methods Appraisal Tool.
Results: An evidence base of mainly low- and moderate-quality studies (n = 42) shows that accessing specialist paediatric 
palliative care is associated with less intensive care at the end of life, more advance care planning and fewer in-hospital deaths. 
Current evidence cannot tell us whether these services improve children’s symptom burden or quality of life. Nine studies 
reporting provider or family views identified uncertainties about what specialist paediatric palliative care offers, concerns 
about involving a new team, association of palliative care with end of life and indecision about when to introduce palliative 
care as important barriers to access. There was evidence that children with haematological malignancies are less likely to access 
these services.
Conclusion: Current evidence suggests that children and young people with cancer receiving specialist palliative care are cared 
for differently. However, little is understood about children’s views, and research is needed to determine whether specialist input 
improves quality of life.
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What is already known about the topic?

•• Specialist paediatric palliative care is promoted as an important component of children and young adult cancer services, 
but there is uncertainty about the factors that affect access and the benefits for children who receive this specialist 
input.

•• Three reviews, which have aggregated evidence for children with all life-limiting conditions, suggest that the benefits of 
specialist palliative care include less time in hospital and improvements in quality of life and symptom management.

•• The growing number of studies investigating the role of specialist palliative care for children with cancer report mixed 
results and varying provision, and there is a need to aggregate this evidence to inform future policy and practice.
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What this paper adds?

•• Accessing specialist paediatric palliative care is associated with less intensive care at the end of life, more advance care 
planning and fewer in-hospital deaths for children and young people with cancer, but there is no robust evidence to tell 
us whether these services lead to improvements in quality of life or symptom management.

•• Children with haematological malignancies are less likely to receive specialist palliative care than children with other 
cancers.

•• Uncertainty about when to introduce palliative care services to families, what it comprises and the added value of spe-
cialist input was identified as a key barrier to access, as were perceptions that paediatric oncology teams already meet 
the palliative care needs of their patients.

Implications for practice, theory or policy

•• Evidence is still needed to determine whether specialist paediatric palliative care improves the quality of life and symp-
tom management for children and young people with cancer.

•• Exploration of why children with certain cancers are less likely to receive specialist palliative care at the end of life may 
help address this inequality in access.

•• A core outcome set study including the views of children and families would help improve future aggregation of evi-
dence in this area.

Background

Approximately 20% of children and young people diag-
nosed with cancer do not survive despite significant medi-
cal advances in recent decades.1,2 The majority of deaths 
are due to the malignancy, with some attributable to anti-
cancer treatments.3 Distress from symptoms and suffer-
ing during the end-of-life phase can be significant,4–6 
impacting on the child and their family’s quality of life.7,8 
In addition, many children and young people who die 
from cancer continue to have high-intensity treatments 
towards the end of life,9,10 with nearly half dying in the 
acute care setting,11 despite preferences from the major-
ity of children and their parents for being at home during 
the end-of-life phase.12,13

Palliative care, defined by the World Health Organization 
(WHO) as ‘the active total care of the child’s body, mind 
and spirit . . . [that] begins when illness is diagnosed, and 
continues regardless of whether or not a child receives 
treatment directed at the disease’,14 is recognised as an 
important component of children and young people’s 
cancer services.15,16 In addition, and over the last 30 years, 
specialist paediatric palliative care services for children 
and young people have been developing in many coun-
tries including the United States, Canada, United Kingdom 
and across Europe.17 The English National Health Service 
(NHS) defines specialist paediatric palliative care as ‘a 
consultant-led multi-professional specialist palliative care 
team . . . led by a medical consultant working at Paediatric 
Palliative Care Competency Level 4’.16 In practice, how-
ever, the models of providing specialist palliative care vary 
within and between countries, including, for example, 
hospital- and community-based teams which support all 
children with life-limiting conditions,18 teams embedded 
within paediatric oncology departments, joint working 

with, or hospice-led provision, and specialist nurse-led 
teams as well as services led by a paediatric palliative care 
consultant.17,19,20

Even within the developed world, the availability, 
referral and uptake of specialist palliative care among 
children and young people with cancer remains low 
and variable between and within countries and set-
tings, and it is not clear to what extent these services 
are addressing all aspects of palliative care as defined 
by WHO.17,21–25 For children with cancer, referral to pal-
liative care also often occurs late in the trajectory of 
illness, sometimes only days before death.26,27 Recent 
systematic reviews suggest that access to specialist pal-
liative care services is associated with improvements in 
quality of life, symptom control, perceived support, 
reduced time in hospital, less invasive treatment and 
greater advance care planning.19,28,29 However, these 
reviews have aggregated the results for children and 
young people across conditions, and the evidence for 
those with cancer remains unclear because of conflict-
ing results between individual studies28 and the lack of 
work exploring condition-specific factors that may 
influence access to and benefit from specialist pallia-
tive care services.30,31

A rigorous review of the evidence on the impacts of 
specialist paediatric palliative care for children and young 
people with cancer and their families is both crucial to 
informing debates within paediatric oncology regarding 
the positioning and role of these specialist services and 
for future service development. This mixed-methods sys-
tematic review synthesises the existing evidence on the 
benefits, drawbacks, facilitators and barriers associated 
with referral to and uptake of specialist paediatric pallia-
tive care for children and young people with cancer and 
their families.
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Methods
The review questions are as follows:

1. What are the reported benefits and drawbacks of 
referral to specialist paediatric palliative care for 
children and young people with cancer and their 
families?

2. What are the factors (e.g. barriers, facilitators) 
affecting referral to and uptake of specialist paedi-
atric palliative care for children and young people 
with cancer?

The protocol registration number is CRD42017064874.32

Eligibility criteria
Primary studies of any design (e.g. experimental, obser-
vational, surveys, consensus and qualitative studies) 
examining either the impact of or factors affecting 
specialist paediatric palliative care access for children 
and young people (age 0–24 years) with cancer were 
included. Studies of a mixed population were included if 
(1) the majority of the participants were children and 
young people with cancer and/or (2) data were reported 
separately.

We defined specialist paediatric palliative care as care 
provided by multidisciplinary teams or palliative care 
services which included clinicians (e.g. oncologists, pae-
diatricians, nurses) with paediatric palliative care train-
ing, or services who self-identified as providing specialist 
paediatric palliative care. We included services delivered 
in different settings (e.g. inpatient, community or home 
settings) and both liaison services (e.g. supporting the 
child’s usual care team) and services directly supporting 
children and their families. Although broad, this reflects 
the varying provision of specialist palliative care for chil-
dren within and between different countries and so ena-
bled us to synthesise the evidence about these specialist 
services.

To understand the different perspectives on referral to 
specialist palliative care services, studies that included the 
following participant groups were eligible: children and 
young people; parents (including bereaved); other family 
members and health and social care staff. No comparator 
was required.

We excluded case studies, review articles, descriptive, 
theoretical or clinical opinion articles, conference abstracts 
and articles not published in the English language. We also 
restricted the eligibility to studies conducted in high-
income countries (defined as OECD (Organisation for 
Economic Co-operation and Development)33 member 
countries) because of the very different healthcare infra-
structure and status of specialist paediatric palliative care 
in developing countries.17

Search strategy
Electronic databases (CINAHL, Cochrane Database of 
Systematic Reviews (CDSR), Embase, MEDLINE, PsycINFO)  
were searched on 27 June 2017 (from 2000, in line with 
increasing availability of specialist paediatric palliative 
care services internationally19). The search strategy con-
sisted of terms and synonyms for [malignancies] AND 
[children] AND [specialist paediatric palliative care] (see 
Supplementary Information Appendix A.) Reference 
lists of included studies and relevant literature reviews 
were checked, and backward and forward citation 
searching of included studies and PubMed-related  
articles link searches were undertaken. An update 
search in MEDLINE (which identified all the eligible 
studies in the original search) was performed on 13 
September 2019.

Study selection
Titles and abstracts were screened in Covidence,34 and 
relevant full-text articles were retrieved and indepen-
dently assessed for eligibility by two reviewers with disa-
greements resolved via a third reviewer.35 Reasons for 
exclusion at full text were recorded.

Data extraction
Data on study characteristics, methods, study focus (e.g. 
impact and/or factors affecting access) and quantitative 
outcome data were extracted into Microsoft Excel using 
a pre-piloted data extraction template. Qualitative data, 
including author-reported results, direct quotations and 
results tables, were imported into NVivo version 1136 for 
analysis.

Data extraction was carried out by one reviewer and 
checked by a second.

Critical appraisal
The Mixed Methods Appraisal Tool (MMAT)37,38 was used 
to appraise the methodological quality of all included 
studies. MMAT comprises two generic screening ques-
tions and an additional four criteria for use with specific 
study designs. Criterion assessments (e.g. Is the sample 
representative of the population under study?) are cate-
gorised ‘Yes’, ‘No’ or ‘Can’t tell’. An overall quality score 
(of 0%, 25%, 50% or 100%) based on how many study 
design specific criterion were met (those categorised as 
‘Yes’) was calculated for each study.

The quality assessment was undertaken independently 
by two reviewers and informed the synthesis methods 
and reporting of the review results, along with identifying 
needs for future research. We did not exclude studies 
based on quality assessment.
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Data synthesis
An integrative narrative synthesis was planned drawing 
on interpretative review methodology39 with thematic 
analysis as the principal method of synthesis.40 The syn-
thesis plan outlined in the protocol32 was modified follow-
ing an assessment of the potential for aggregation, 
configuration and integration of study findings. The final 
method involved separate syntheses of data reporting the 
impact of specialist paediatric palliative care and factors 
affecting access (both included quantitative and qualita-
tive data). Each comprised the following steps:

Data reduction. This involved reviewing and summaris-
ing extracted data and identifying recurring categories 
from across the studies, and distinct service types. Each 
synthesis included quantitative and qualitative data and 
all numerical and statistical findings were converted to 
descriptive summaries. For qualitative data, ‘meaning 
units’ (comprehensible segments of text which contain 
one idea or piece of information) were identified and 
named (or ‘coded’) drawing both on author-reported 
results and participant quotes to capture the full range 
of concepts or themes across the studies.41

Data display. Using the method of constant compari-
son,39 descriptive summaries of quantitative data and 
coded qualitative data were compared to ensure that 
similar data were grouped together to develop a the-
matic coding matrix consisting of descriptive themes 
and overarching categories which grouped similar 
themes together. This was performed by one reviewer 
with regular input from the wider review team for 
sense checking and validation. Data from each study 
were then synthesised into the coding matrix, retaining 
reference to the service type and critical appraisal 
score to facilitate greater interpretation. Data display 
techniques were used to illustrate the spread of 
themes across studies and specialist paediatric pallia-
tive care models, and narrative weaving describes the 
results of each synthesis.42

Results
A total of 8549 unique records were screened by title and 
abstract, 626 full-text articles were retrieved and 
reviewed, and 49 articles describing 42 studies23,43–90 were 
included in the review (see Figure 1).

Study characteristics
Of the 42 included studies, 11 examined the impact of 
specialist paediatric palliative care,44,48,57,58,62,64,66,70,73,74,88 
14 explored factors affecting access23,43,45,56,65,68,71,75,76, 

78–83,89 and 17 studies investigated both46,47,49–55,59–61,63,67, 

69,72,77,84–87,90 (see Table 1 for study characteristics). Using 

the MMAT, 25 studies were categorised as quantitative 
non-randomised, 12 as quantitative descriptive and 5 as 
qualitative studies. The majority of studies were conducted 
in the United States (n = 28). Others were in the United 
Kingdom (n = 3),23,47,76 Canada (n = 3),50,51,63,72 Germany 
(n = 3),57,73,90 France (n = 1),87 Switzerland (n = 1),79 Israel 
(n = 1)49 and two in multiple countries.65,71

Study populations
Thirty-one studies (all quantitative) examined the impact 
of and/or characteristics of children receiving specialist 
palliative care; 24 included a comparator group of chil-
dren not receiving this,23,43–51,54–64,78,86–88,90 1 compared 
children receiving late and early specialist input,52,53,84,85 
and 6 used a single-group study design.66,67,69,70,73,74 Of the 
remaining 11 studies (6 quantitative and 5 qualitative), 10 
explored the views of healthcare staff65,71,72,75–77,79–83,89 
and 1 the views of parents and young people.68

Of the 31 studies examining outcomes and/or charac-
teristics of children, the majority (n = 21) drew their sam-
ple of children and young people from a single centre. 
Several studies used the same or potentially overlapping 
samples as other included studies (see Figure 2).

In total, data for 7933 children and young people, 4289 
of whom had received specialist palliative care compared 
to 3644 who did not, were included. While the majority 
(n = 23) included children and young people with any can-
cer, eight studies concerned children and young people 
with particular diagnoses or treatments (see Table 1 for  
details).44,56,61,62,66,67,69,78 Overall, these 31 studies address 
diagnoses from infancy to young adulthood, with only 
three studies focused on young adults, which included any 
malignancy.54,58,86 Five studies included some children and 
young people with conditions other than cancer.61,67,70,73,88

Of the 11 studies exploring stakeholder views, 3 
recruited paediatric oncology staff from single hospi-
tals75,77,82,83 and 1 from multiple hospitals,79,80 1 recruited 
staff involved in providing palliative care to children with 
cancer from primary, tertiary and community settings,76 4 
recruited paediatric oncologists via professional organisa-
tions65,71,72,81 and 1 recruited parent and young person 
dyads from three hospitals.68 In total, these studies repre-
sented the views of 1133 physicians, 986 other healthcare 
professionals (mainly nurses, social workers and other staff 
working in paediatric oncology, but also in palliative care 
and other settings), 129 parents and 129 young people.

Models of delivery
We identified five broad service types from the included 
studies: hospital-based palliative care teams with referral 
triggering an initial consultation46,50–53,58,61–64,67,69,73–75,77, 

82–85,87,88 (n = 17), hospice services23,45,47,55,56,59,60,65,86 (n = 8),  
home-based services48,57,70,90 (n = 4), integrated oncology 
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services44,66 (n = 2) and an integrated oncology inpatient 
unit49 (n = 1). Three studies referred to palliative care con-
sultation only,43,54,78 and three a palliative care team,68,79,81 
although it is likely that these were all referring to hospi-
tal-based teams. Of the remaining four studies, three 
included a range of models71,72,89 and one referred to spe-
cialist paediatric palliative care explicitly but did not 
define this.76

Very few studies provided specific details about the 
team or service providing palliative care in terms of skills 
mix, role and the extent of provision. There were also 
some anomalies between studies; for example, five stud-
ies used hospice discussions or enrolment as an outcome 
of specialist palliative care,46,61,62,64,90 whereas in other 
studies hospices were defined as the source of specialist 

intervention. Not all studies investigating hospice settings 
specified the characteristics (e.g. adult vs children’s hos-
pice), and it was difficult to determine what ‘home-based 
services’ might comprise. Among the studies exploring 
stakeholder views, three offered only ‘hypothetical mod-
els’ for participants to consider68,75,76 and three focused 
primarily on views about early integration of specialist 
palliative care, which was defined as close to the time of 
diagnosis.68,75,81

Only two studies accounted for the timing of the initial 
palliative care consult/enrolment when deciding which 
children to classify as having received specialist interven-
tion; one only included children who had received special-
ist palliative care for more than 30 days63 and the second 
for more than 1 day.54 A third study, which compared early 
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Figure 1. Study flow diagram.
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Figure 2. Data collection period for studies examining outcomes or characteristics of children receiving specialist paediatric 
palliative care.

and late interventions, included all children receiving spe-
cialist palliative care but defined early provision as that 
received for more than 30 days.52,53 Only two studies 
explored how the duration of specialist paediatric pallia-
tive care exposure affected outcomes.61,70

Study quality

The quality and reporting of studies varied greatly among 
the 37 quantitative studies, with scores ranging from 0% 
to 100% (see Table 2).
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There were concerns about the representativeness 
of samples in 14 of the quantitative studies, due to the 
single-site design of many studies, long study period 
and inappropriate participant selection or recruitment 
methods.44,46,48–51,54,57,61,62,64,70,72,86,89 Assessment of rep-
resentativeness was not possible in another seven stud-
ies because of poor reporting.66,68,73,78,81,89,90 In eight 
studies, there were concerns about the comparability of 
groups (e.g. use of historical cohorts, different partici-
pant characteristics), which were not accounted for in 
the analysis.44,50,51,54,55,57,58,62,90

Although inappropriate measures were identified in 
only three studies,50,51,56,66 wider concerns about meas-
urement were evident across studies. These included how 
receipt of specialist palliative care was determined (e.g. 
from day of initial palliative care consultation); whether 
outcomes could be attributed to specialist provision or 
care from the primary oncology team; potential recall 
problems in studies using bereaved parent-reported out-
comes and failure to take account of the chronology of 
variables. For example, having a do-not-resuscitate (DNR) 
order was a predictor of specialist palliative care in some 
studies46,59,60 and an outcome in others.54,58 Determining 
the extent of these limitations was hindered by poor 
reporting of study methods.

The five qualitative studies75–77,79,83 used appropriate 
methods for sampling, data collection and analysis. 
However, there were limitations to the transferability of 
findings due to the single-site design in three stud-
ies,75–77,83 and for the third, the time period elapsed since 
the study was conducted (published in 2001 when spe-
cialist paediatric palliative care for children with cancer 
was at an early stage of development).76

The impact of specialist paediatric palliative 
care
A total of 17 distinct outcome domains were identified 
and these were categorised under one of six overarching 
categories: advance care planning (n = 9 studies), end-of-
life care provision (n = 16), location of death (n = 18), 
child’s quality of life (n = 6), family support (n = 3) and ser-
vice satisfaction (n = 7). The synthesis of results by cate-
gory and outcome domain is summarised below and in 
detail in Table 3.

Advance care planning
The outcome domains were of end of life discussions and 
decisions about attempting resuscitation (DNR orders), 
and the timing of these. Provision of specialist palliative 
care was found to be associated with an increased likeli-
hood of end-of-life discussions being documented in all 
six studies that measured this,50,54,61,62,64,74 with evidence 
from two studies that these occurred earlier in the child’s 

illness in those receiving specialist palliative care.61,64 Six 
studies found that DNR orders occurred earlier in care tra-
jectories in those receiving specialist palliative 
care.46,54,55,58,62,64 However, the evidence about whether a 
DNR order was more likely was mixed.46,54,55,61,62,64

End-of-life care provision
There was evidence from the seven studies which 
measured treatment intensity54,58,61,63,64,87,88 that chil-
dren who received specialist paediatric palliative care 
were less likely to receive high-intensity treatments 
and to spend less time in an intensive care unit (ICU) 
during the end-of-life phase, compared to children who 
did not receive this. There was also evidence from the 
five studies which assessed hospital admissions (either 
the duration of stay or the number of admissions) that 
children who received specialist palliative care spent 
less time in the hospital than those who did 
not.44,47,55,70,90 Only one study compared the types of 
admission; here specialist palliative care was only 
found to decrease the number of planned admissions.47 
Two studies examined the cost of care, also focusing on 
hospital admissions, but did not find any significant dif-
ferences between before and after specialist input,70 or 
between those who received specialist palliative care 
and those who did not.54

There was no evidence to suggest that hospice care, 
either enrolment or utilisation, changed as a result of spe-
cialist involvement from the four studies that explored 
this.46,61,62,90 Outpatient care,90 home-based care57 and 
preferred location of care51 were each assessed by a single 
study so no conclusions can be drawn about these.

Location of death
A total of 17 studies examined differences in location of 
death between children receiving and not receiving spe-
cialist palliative care. A consistent finding across studies 
was that children who received this were less likely to die 
in ICU.49,52,54,57,58,61,64,84 However, studies varied in whether 
or not they found differences in the proportion of home or 
hospital deaths.46,48,57,59,60,62,64,73,90 For example, the study 
comparing early and late involvement of a hospital team 
found that ‘late access’ children were nearly five times 
more likely to die in ICU than at home or in a hospice, but 
observed no differences in terms of non-ICU hospital ver-
sus home/hospice deaths.52 However, they did find lower 
odds of hospital deaths when comparing hospice and no 
hospice involvement.84 Just four studies investigated the 
impact of specialist palliative care on whether children 
died in their/families preferred location of death,48,51,57,90 
three of which found that congruence between preferred 
and actual place of death increased with specialist 
involvement.48,51,90
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Child’s quality of life
This theme included three outcome domains: quality of 
life, comfort and symptoms. Data were primarily from 
parent-reported measures collected after a child had 
died. Two studies measured quality of life but did not use 
validated measures; one found that children receiving 
specialist paediatric palliative care had more fun and 
more events adding meaning compared to children not 
receiving this, but found no differences in how afraid or 
peaceful they felt.48 In the second, 70% of parents strongly 
agreed that these specialist services improved their child’s 
quality of life, but there was no comparator group.66 The 
study which measured comfort, also with no comparator, 
found an increase in comfort levels over time reported by 
parents but no change reported by children. This was the 
only study that used a child-reported measure.67 Although 
three studies suggested that treatment of symptoms 
increased with specialist involvement,57,74,90 there was lit-
tle evidence that the extent of symptom control/suffering 
from physical and emotional symptoms differed between 
children receiving and not receiving specialist palliative 
care. Indeed, high levels of suffering from symptoms were 
described by the four studies which assessed this.48,57,64,90

Family support
Only three studies investigated whether specialist paedi-
atric palliative care affected provision of support to family 
members, or the impact of that support. One study found 
that use of bereavement support for parents and siblings 
was more likely if a child had received specialist input.62 
Two studies found that specialist palliative care increased 
parent preparedness for the end-of-life phase of care.64,66

Service satisfaction
All seven studies (six surveys66,67,69,72,73,90 and one qualita-
tive77) assessing this reported high levels of family and 
professional satisfaction with specialist palliative care, 
with reported benefits including expertise in pain and 
symptom management, time to plan end-of-life care with 
families and meeting psychosocial and family needs. None 
of these studies included a comparator group, although 
one reported increasing parental satisfaction in line with 
increasing provision of specialist services.

Factors affecting specialist paediatric 
palliative care access
The synthesis of studies exploring factors affecting spe-
cialist paediatric palliative care access identified four 
overarching categories each containing several linked 
themes: sociodemographics (n = 14 studies), disease pro-
file (n = 22 studies), end-of-life care characteristics (n = 18 

studies) and acceptability of specialist paediatric palliative 
care (n = 17 studies). The synthesis of results by category 
and theme are summarised below and presented in detail 
in Table 4.

Sociodemographics
Multiple quantitative studies which investigated the soci-
odemographic profile of children and/or their families 
receiving and not receiving specialist palliative care con-
sistently showed that access was not associated with a 
child’s gender47,49,53,59,61,63,78 or ethnicity.45–47,49,50,53,59,61,78,85 
There was mixed evidence about whether a child’s 
age,47,49,50,53,55,61,63,78 or the socioeconomic status of their 
family (e.g. deprivation, education),47,50,59,63,71,87,89 influ-
enced access. Only one or two studies investigated 
language,46,59 rurality,55,63 religion46,59 and distance to 
treatment centre,63 so it was difficult to draw conclusions 
about these factors. Just two of the studies exploring staff 
attitudes assessed sociodemographic factors, focusing on 
lack of insurance coverage.71,89 The majority of partici-
pants in both studies did not view this as a barrier to 
referral.

Disease profile
Out of 12 studies examining type of cancer, 10 found that 
children with solid tumours were more likely to receive 
specialist palliative care than children with haematologi-
cal malignancies.46,47,49,50,53–55,59,61,63,78,86 Six studies inves-
tigated whether disease status (e.g. prognosis, relapse) 
was associated with access; no consistency was found 
across these, with some studies reporting conflicting resu
lts.46,49,50,54,55,61 In contrast, all the studies investigating 
staff-reported practices consistently identified children 
with a poor prognosis as those most likely to be refer
red.65,71,72,75,77,79,81,83,89 Staff in two studies believed that 
this could result in referrals that were too late for children 
to benefit from specialist input.71,79

Uncertainty about a child’s prognosis and about the 
benefits of introducing specialist palliative care earlier in 
the disease trajectory (e.g. around diagnosis) were identi-
fied as key barriers to a timely referral,65,71,75,77,79,81,83,89 
although non-physician professionals75,81 and families68 
were more receptive to early integration than physicians. 
Automatic referral triggers were used by the majority of 
providers in one study. However, in line with reported 
practice, most encouraged referrals for children during 
the end-of-life phase of care.71

End-of-life care characteristics
The end-of-life care provided to children was found to 
influence whether or not children received specialist pal-
liative care. Four studies consistently found that advance 
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care planning (e.g. documented advance directives or 
DNRs, hospice referrals) was associated with an increased 
likelihood of specialist involvement, or earlier compared 
to late involvement.46,53,55,59 Provision of palliative care by 
the oncology team (we already do palliative care) was 
also reported by oncology staff to influence referral prac-
tices65,71,72,75,79 and to impede oncologists’ abilities and 
willingness to identify needs for specialist input in their 
patients and practice, something that was reported to 
encourage referrals.65,71,72,75–77,79,89 Similarly, young peo-
ple were more likely to accept specialist input if they had 
specific unmet needs, for example, pain and poor quality 
of life,68 although staff in one study were concerned that 
parents might not discuss their child’s palliative care 
needs during active treatment.81

There was conflicting evidence about whether treat-
ment intensity (e.g. phase 1 trial enrolment) influenced 
access to specialist palliative care,43,46,50,53,56,61 and this 
mirrored varying beliefs among oncology staff and fami-
lies about whether children receiving active treatments 
should or could be referred.65,68,71,72,75

Acceptability of specialist paediatric 
palliative care
Staff acceptability of specialist palliative care was reported 
to influence access in 16 studies. Family acceptability was 
identified in 13, although families’ views were sought in 
only three of these.67–69 Eight studies measured interven-
tion uptake to explore acceptability.23,46,61,63,67,69,89,90 These 
reported varying rates of referral and uptake of specialist 
palliative care, but provided evidence of increasing 
involvement over time.

Staff uncertainties about the benefits of specialist 
palliative care, and about how a specialist service differs 
from care provided within oncology (the added value of 
specialist paediatric palliative care), were identified as key 
barriers to referral.68,75–77,79,81,83,89 Concerns that bringing 
in a new team could undermine continuity of care and 
impact on relationships with families were also reported 
to influence referral practices,68,72,75–77,79,89 as were per-
ceptions about availability and capacity of specialist palli-
ative care services (perceived availability).65,71,72

Staff in eight studies identified the association of palli-
ative care with end of life (what specialist paediatric pal-
liative care symbolises) as a barrier to access.72,75–77,79,81,83,89 
A clinician’s emotion about a family and their readiness to 
accept a child’s prognosis and discuss this were identified 
as additional challenges,75,77,79,81,83,89 and contributed to 
what was described as the emotional labour associated 
with introducing a service which staff participants referred 
to as ‘death nurses’,76 ‘the death team’77 and ‘the death 
squad’.75 A perception that oncologists need to control 
patient care (‘clinical ownership’) was identified as a fur-
ther barrier to specialist palliative care referral and could 

deter others involved in a child’s care from recommending 
this for a family.75,81,83,89

Oncology staff reported that family readiness75,77,81,83 
and family resistance65,71,72,79,89 could affect access, 
although views on this varied. For example, 60% of paedi-
atric oncologist respondents in one survey believed that 
their patients had negative perceptions of specialist palli-
ative care, but very few (4%) reported that patients 
refused a referral.72 In another study, only 38% of staff 
participants identified family resistance as a barrier,89 and 
the study that explored young people and parents’ atti-
tudes found mainly positive views, and very few partici-
pants (2% and 8%, respectively) believed that referral was 
associated with the loss of hope for a cure,68 which was a 
fear commonly reported by staff.72,75–77,79,83,89

Discussion

Main findings of the review
This systematic review found evidence that children and 
young people with cancer who receive specialist paediatric 
palliative care are more likely to be engaged in advance 
care planning, receive less intensive care at the end of life 
and are less likely to die in hospital, compared to those 
who do not receive this. Some of the included studies also 
indicate that these differences may be more marked when 
children receive specialist input for a longer duration 
before they die. The review did not find that receipt of spe-
cialist palliative care is associated with improved quality of 
life or symptom control; however, no conclusions can be 
drawn because of the significant methodological limita-
tions of the seven studies investigating this.48,57,58,64,66,67 
Importantly, only one study sought young people’s views 
about the impact of these specialist services across the 28 
studies which examined this, and this was a feasibility 
study with no comparator group.67

The review also found that the type of cancer and 
whether or not paediatric oncology teams themselves 
engage in palliative care practices may affect access to 
specialist palliative care services. Thus, studies reported 
fewer children with haematological malignancies receiv-
ing specialist palliative care, and involvement more likely 
where the oncology team were proactively addressing 
palliative care needs (e.g. evidence of advance care plan-
ning). There was no indication from the studies included 
about why children with certain cancers are less likely to 
receive specialist palliative care, and a recent review of 
barriers to access did not explore this.31 Evidence from 
adult cancer91 indicates that the remitting and relapsing 
trajectories of haematological malignancies, a more 
aggressive approach to treatment and greater difficulties 
predicting prognosis may contribute to the observed 
inequity of specialist palliative care involvement.92 
Evidence from our review regarding clinician uncertainty 
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about when to involve specialist palliative care, combined 
with the commonly reported practice of referring children 
with a poor prognosis,27 suggests this might be the case.

Clinicians’ views regarding the need for specialist palli-
ative care input for their patients and their acceptability 
of specialist palliative care services were also consistently 
reported as affecting referral practices. More specifically, 
views on how these specialist services differ to palliative 
care provided by the oncology team, perceived drawbacks 
associated with involving a new team, readiness to accept 
a change in prognosis and the negative connotations 
associated with the term ‘palliative care’ were identified 
as barriers to referral. Concerns among clinicians about 
how families might react to the offer of a referral was a 
common theme in several studies, and although the study 
that explored young people and parents’ views runs coun-
ter to this, wider work on this issue reports mixed opin-
ions among young people93,94 and parents73,74 about 
palliative care and how this should be introduced.95,96

Strengths and limitations
This review is the first to systematically synthesise the 
available evidence about specialist paediatric palliative 
care for children and young people with cancer. Strengths 
of the review include a published protocol, robust search, 
independent screening and data extraction by two 
reviewers, and the use of appropriate mixed-methods 
techniques to synthesise the results. There are, however, 
limitations in the conclusions which can be drawn from 
this review due to the heterogeneity of study populations 
and interventions. This, and the substantial risk of potential 
bias identified in some of the studies and inconsistency of 
measurement across studies, meant it was inappropriate 
to aggregate the results statistically, or to compare results 
between the different approaches to providing specialist 
palliative care. In addition, the descriptions of specialist 
services and the palliative care provided by oncology 
teams were typically very poor, making interpretation of 
the differences between these challenging.

What this review adds
Our finding that end-of-life care is different for those who 
receive specialist paediatric palliative care compared to 
those who do not broadly aligns with three recent reviews 
about children with all life-limiting conditions.19,28,29 Two 
of these reviews19,29 concluded that specialist interven-
tion appears to offer benefit in terms of improved quality 
of life. By focusing only on children and young people with 
cancer, our review highlights the lack of robust evidence 
pertaining to both quality of life and symptom burden in 
this population. Although the broader literature implies 
that other differences we observed, such as reduced hos-
pital stays and more advance care planning, are indicative 
of better care,63 there is no evidence that these changes in 

the delivery of care reflect family preferences,48,51,57 or 
lead to reduced symptom burden, which studies continue 
to show is significant for children with cancer.5,90,97

The integration of findings from evaluation studies and 
those which have explored factors affecting access tells us 
that while end-of-life care may be different for children 
who receive specialist palliative care, children who receive 
this are also different to those who do not, particularly in 
terms of their disease profile and care processes. Synthesis 
of the qualitative studies go some way to explaining these 
differences, highlighting in particular the central role of cli-
nicians’ emotions, beliefs and attitudes in shaping referral 
practices, and the ongoing uncertainty about when to initi-
ate palliative care and whether this should be provided by 
a specialist service or the oncology team. It also reveals 
that, in practice, decisions and discussions about no longer 
pursuing curative treatments and introducing specialist 
palliative care go hand in hand, and that families who are 
comfortable discussing an uncertain future or families 
cared for by clinicians who have this confidence may be 
more likely to receive specialist palliative care.75,77,83

Interventions that support clinicians to initiate pallia-
tive care with families and improve clinical acceptability 
of specialist palliative care services therefore offer the 
potential to address these key barriers to access.82,98 
Although there are various initiatives to support the deliv-
ery of palliative care within oncology services (e.g. pallia-
tive care training,99,100 communication tools,101,102 early 
integration models26,67,69), we know very little about 
whether these are being implemented in practice and 
how they might influence referral to specialist palliative 
care. There is also little available evidence about whether 
families play an active role in the initiation of palliative 
care, or whether clinicians’ concerns about how families 
will respond to a referral are warranted.68

Future research should therefore investigate the effec-
tiveness, delivery and acceptability of the different mod-
els of delivering palliative care for children and young 
people with cancer, particularly outside of North America. 
Future research also needs to examine factors affecting 
uptake from families’ perspectives and to explore the role 
of socioeconomic factors. This conclusion is supported by 
the recent priority setting partnership results for teenag-
ers and young adults with cancer,103 which includes how 
best to support young people who have incurable cancer 
and their families. In order to undertake this research, we 
must first determine what outcomes are the most impor-
tant to measure and develop appropriate tools to meas-
ure them.104–107 Development of a core outcome set 
would meet this requirement.108 This too will need to 
include the views of children and young people and their 
families, particularly if we are to address the methodo-
logical challenges that continue to affect the quality of 
research in this area, and the lack of evidence about 
whether specialist paediatric palliative care improves 
quality of life for children and their families.
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