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Abstract

Aim: To describe research priority-setting activities for cerebral palsy (CP) that have
been conducted worldwide involving people with lived experience, focusing on par-
ticipant characteristics, methods employed, identified research priorities, and col-
laboration as research partners.

Method: The JBI scoping review approach was followed. Six electronic databases and
grey literature were searched for all publications up to February 2024. We extracted
study and participant characteristics, methods, and research priorities. Priorities
were then categorized into prevention and cure, quality of life and community en-
gagement, and service provision and intervention.

Results: Five studies from North America and Australia met the inclusion criteria.
Participants with lived experience were most often parents/caregivers (n =135, pro-
portion 12-80%), with 54 (proportion 12-25%) people with CP participating in the
priority-setting exercises. The studies' methods were varied, with surveys and work-
shops being the most common. The most reported category of research priorities was
optimal intervention. People with lived experience collaborated as research partners
(e.g. in aspects of study development/analysis/reporting) in four studies.
Interpretation: This review, the first to examine CP research priority-setting efforts
on a global scale, identified five activities conducted to date. The small overall num-
ber of participants with lived experience of CP, originating only from North America
and Australia, highlights the need for increased representation to better reflect the
diverse CP community worldwide. Future projects need to address these gaps, using
rigorous methodologies, and continued collaboration with research partners to en-
sure their perspectives shape and enhance the research agenda.

Cerebral palsy (CP) describes a group of non-progressive,
lifelong neurological disorders of movement and posture,
resulting from injury to the developing brain.! CP is a het-
erogeneous condition, with variation in prevalence, aetiol-
ogy, and clinical presentation across and within geographic
contexts. Management of CP involves tailored multidiscipli-
nary care to address the diverse individual goals of function,
participation, and reducing secondary impairments.”

In recent decades, research and publications in
the CP field have steadily increased.” Historically,

decision-making in health research was driven by re-
search investigators.” Research priority setting, which has
become more common since the late 2000s, involves ac-
tivities that allow stakeholders to identify, prioritize, and
reach consensus on areas, topics, or questions that need to
be addressed by research.® Research priority setting with
relevant stakeholders helps ensure that research addresses
critical evidence gaps focusing on high-priority areas (re-
ducing ‘research waste’), promotes accountability in re-
search, enhances the relevance, uptake, and translation
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of research evidence, and thereby improves health out-
comes.””’ Stakeholder groups may include medical and al-
lied health professionals, policy-makers, government and
non-government organizations, funders, and people with
lived experience (people with the condition and their fam-
ily/caregivers, also known as patients, consumers, com-
munity).”” A 2021 scoping review reported that 30% of
731 research priority-setting projects included people with
lived experience as participants in the priority-setting ex-
ercises, such as surveys and focus groups.®

Moreover, recognition of the benefits of including peo-
ple with lived experience in health research has led to the
evolution of their role from solely as study participants
to collaborative and active research partners, also known
as coproducers or coinvestigators. This is now strongly
encouraged by key groups in countries including the
UK (Involve),® Australia (National Health and Medical
Research Council),’ and the USA (Patient-Centred
Outcomes Research Institute),” as well as by CP-specific
groups,’’ and publications including Developmental
Medicine & Child Neurology."" In the 2021 scoping review
described above, a smaller proportion of studies (17%) in-
cluded people with lived experience more actively in the
project such as on advisory boards or codeveloping project
materials (research partners).6

The first research priority-setting project with people
with lived experience of CP was published in 2010. This
Australian study additionally reported a comparison be-
tween the priorities of people with lived experience, and
those of researchers and clinicians.'* Half of the priorities
identified by people with lived experience were not iden-
tified by the researchers and clinicians, confirming the
importance of lived experience in priority setting. Since
then, CP priority-setting activities have been conducted
elsewhere in the world, along with extensive research ac-
tivities in the field. To appropriately guide new research
and direct funding going forward, it is imperative to un-
derstand the landscape of priority setting with people
with CP to date. This includes identifying what priority
setting has been conducted (within and beyond published
research) and whether it represents people with CP across
the globe, and their diverse presentations, as well as what
research priorities have been set.

As a first step, this scoping review aims to describe CP
research priority-setting activities that have been conducted
with people with lived experience, focusing on their partici-
pation and collaboration as research partners. Our research
question is: ‘What priority setting for CP research has been
conducted globally with people with lived experience?” We
will address this overarching question through four sub-
questions: (1) What are the characteristics of people with
lived experience who have participated in the priority-setting
studies/projects? (2) What methods have been employed to
set research priorities? (3) What categories of research prior-
ities and questions have been identified? (4) How have peo-
ple with lived experience collaborated as research partners
in priority-setting studies/projects?

What this paper adds

« This scoping review systematically identified that
five research priority setting projects have been
conducted with people with lived experience of
cerebral palsy (CP).

« Projects have been conducted in North America
and Australia, using varied methodologies.

o Parents/caregivers have participated in priority
setting more often than people with CP.

« Four of five studies involved people with lived ex-
perience as research partners.

» Gaps in research priority-setting activities were
identified, to inform future projects.

METHOD

To identify and review CP research priority setting involving
people with lived experience, we employed a scoping review
methodology adhering to the JBI approach.® This method-
ology enabled us to systematically explore a wide range of
evidence on this topic, including non-empirical sources. The
study protocol for this review was completed following the JBI
template and registered on the Open Science Framework."
The Preferred Reporting Items for Systematic Reviews and
Meta-Analyses Extension for Scoping Reviews (PRISMA-
ScR) checklist was used for reporting (Appendix S1)."°

Search strategy

We searched OvidMEDLINE (1946-present), Ovid
EMBASE, CINAHL, Web of Science (‘core collection’),
SCOPUS, and Global Index Medicus for all publications to
1st February 2024. Search terms were developed in consul-
tation with an academic librarian. We used keywords and
subject headings for ‘cerebral palsy’ and ‘research priorities/
agenda’, including truncations, and adapted these for each
database (Appendix S2). We also screened the reference lists
of included papers for relevant studies. Because of the broad
nature of the research question, we additionally conducted
grey literature searches to identify findings from priority-
setting activities outside of peer-reviewed literature, such as
reports and web-based material. This grey literature search
included websites of known priority-setting organizations,
including the James Lind Alliance (https://www.jla.nihr.ac.
ul/) and the worldwide research priority-setting database
(https://ois.Ibg.ac.at/priority-setting-database/). Google
and Google Scholar were also searched for grey literature
using the terms ‘cerebral palsy’ AND ‘research priority’ as
per consultation with an academic librarian. To account for
the use of English search terms, we individually searched for
priority-setting activities within websites of known CP or-
ganizations in other languages, using Google Translate.


https://www.jla.nihr.ac.ul/
https://www.jla.nihr.ac.ul/
https://ois.lbg.ac.at/priority-setting-database/
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TABLE 1 Characteristics of included studies.
Citation Source Country
Garrity et al.” Online poster Australia
Gilbert et al.*! Published literature USA
Gross et al.”’ Published literature USA
Lungu et al.?? Published workshop report USA
Mclntyre et al.*2 Published literature Australia

Partnership with people with

Driving body lived experience within study

Cerebral Palsy Alliance Lead author is a person with CP
CP Research Network (CPRN)

CP Research Network (CPRN)

Parents/caregivers were co-authors

Research leadership team included
two people with lived experience

NINDS Parents/caregivers were co-authors

Cerebral Palsy Alliance No

Abbreviation: CP, cerebral palsy.

Eligibility criteria

Following the JBI population, concept, context approach,"
our inclusion criteria were original priority-setting exercises
of any design that identified CP research priorities (con-
cept) with people with lived experience, specifically people
with CP and/or their families and caregivers (population)
(Appendix S3). Both published and grey literature sources
were considered. We included studies with mixed partici-
pant groups (e.g. researchers and clinicians), provided they
also included people with lived experience. There was no
minimum requirement for the proportion of participants
with lived experience. Limits were not placed on country,
language, or year of publication to capture a wide range of
priority-setting activities (context). Studies that described
research priorities for conditions or disorders that were not
exclusively CP, such as ‘chronic illness™® or ‘neurodisabil-
ity’,”” were excluded.

Evidence screening and inclusion

Potential records were exported from each database into
EndNote and uploaded on Covidence, a web-based collab-
oration software platform for abstract screening, full-text
review, and data extraction.'® Duplicates were removed in
Covidence. Two independent reviewers (EY and SG) con-
ducted title and abstract screening of the studies using the
eligibility criteria. The same reviewers then independently
reviewed the full-text records to confirm if they met the in-
clusion criteria. Consensus regarding the records for inclu-
sion was reached through discussion.

Data extraction

A data extraction tool was developed and builtin Covidence
and piloted by two reviewers (Appendix S4). Extracted data
included study characteristics, such as year of publication,
source type, funding bodies, and whether the project in-
volved people with lived experience as research partners.
Characteristics of people with lived experience that partic-
ipated were extracted where reported, including age, sex,
motor severity of CP, cultural and linguistical diversity,

urban/regional/remote residence, and any other relevant
data. The overall study design as well as the methods for
determining the conceptual and final research priorities
were extracted. The top research priorities or themes from
each study were also identified. Two independent review-
ers conducted data extraction, and discrepancies were re-
solved through discussion. Critical appraisal of individual
sources of evidence or risk of bias assessment of individual
sources was not performed, in accordance with the JBI
guidelines.”

Data analysis and synthesis

Descriptive analysis of the extracted data was conducted
with presentation in tabular and graphical formats. This
included frequency counts and proportions of study char-
acteristics, methods, participant numbers (by type and
characteristics), and involvement of people with lived
experience as research partners. The research priorities/
questions reported in each study were categorized into
three groups using a modification of McIntyre et al.' cat-
egories, because of the breadth of topics covered: (1) cause
and prevention, (2) community participation and quality
of life, (3) optimal intervention. Each research priority
was then subcategorized based on keywords and displayed
graphically.

RESULTS
Search results and study selection

The database search strategy (Appendix S2) identified 320
records (Figure S1). After removal of duplicates and screen-
ing of titles and abstracts, 45 records were included for full-
text review. Among these, three were not original research
articles and 21 did not set priorities for research. Others were
excluded because they conducted research priority setting
that was not specific to CP (n=15), such as ‘neurodisabil-
ity’ or ‘neurological impairment’, or did not include people
with lived experience, despite being CP-focused (1 =1). Four
published studies met the inclusion criteria for this review,
and one additional priority-setting exercise was identified
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TABLE 2 Included studies—participant characteristics and methods.
Studies
reporting Participants
item (n) n (%)
Type of participants 4
People with CP 54 (12)
Parents/caregivers of people with 135 (31)
CP
Other stakeholders including 252 (57)
clinicians, researchers, advocates
Average age of person with CP 2° 46years
Average age of person with CP 2b 12years
represented by caregiver
Motor severity of CP (GMFCS level) 2°
GMECS level I-111 72 (51)
GMECS level IV-V 64 (46)

Not reported 4 (3)
Method(s) used
Survey
Workshop
Webinar

NN R G

Conceptual priorities defined by
people with lived experience

Yes 4
Not reported 1

Final priorities refined by people with
lived experience

Yes 3
No 2

Abbreviations: CP, cerebral palsy; GMFCS, Gross Motor Function Classification
System.

*Gilbert et al.”': average age of community participants with CP; Gross et al.*’:
average age of codigital participants with CP.

"Gilbert et al.?!: average age of people with CP represented by a parent/caregiver;
Gross et al.”’: average age of codigital participants with CP represented by a parent/

caregiver.

“Gilbert et al.”': GMFCS level of voting community participants; Gross et al.”’:

GMECS level of codigital participants (both people with CP that participated and
those represented by parents/caregivers).

and included from the grey literature search. In total, five
CP priority-setting studies involving people with lived expe-
rience were identified and included.

Study characteristics

The five included studies were published between 2010 and
2022 (Table 1). Three were original research articles,'>*** one
was a report detailing a priority-setting workshop,?? and one
was a priority-setting exercise from the grey literature search.*
All five studies were conducted in high-income countries,
with three in North America,”** and two in Australia.'>*
There were three major bodies driving the five stud-

ies, all of which are CP-focused: the CP Research Network

(USA), the National Institute of Neurological Disorders
and Stroke (USA), and Cerebral Palsy Alliance (Australia).
Funding sources for the studies included both government
and non-government funding agencies. Four studies were
not limited to a specific motor type of CP, while the fifth
study focused on research priorities for dystonic CP only
(Table 2).*!

Study participants
Types of participants

The total number of participants was greater than 541
(Figure 1) (one study did not report the numbers of partic-
ipants).”” The specific types of participants varied across
studies (Figure 1, Table 2). Participants with lived expe-
rience included people with CP and parents/caregivers of
people with CP. While one study exclusively included peo-
ple with lived experience,? across all five studies, a greater
number of parents/caregivers were involved in priority
development or prioritization stages than people with CP.
Of the four studies that described their participants, there
was a total of 54 (12%) participants with CP (within each
study, range 5-33 participants) and 135 (31%) parent/car-
egiver participants (range 15-72 participants), with a total
of 189 (43%) participants with lived experience. As dem-
onstrated in Figure 1, the proportion of participants that
were parents/caregivers ranged from 12% to 80% across
the five studies, while participants with CP ranged from
4% to 25%. In addition to people with lived experience,
the other participants were most commonly researchers
and health care professionals in CP, with 252 (57%) other
participants involved. Two of the studies reported the in-
clusion of a greater proportion of ‘other’ participants than
participants with lived experience, and overall, this cat-
egory had the greatest degree of variation, ranging from
0% to 84%.'>"

Participants with lived experience

Three of the studies provided some information about their
participants with lived experience (Table 2).">***' The av-
erage reported age of people with CP was mid-40s, while
amongst the children with CP represented by their parents
and caregivers the average age was 14 years (two studies).’>*!
Three studies reported the motor severity of participants
with CP pooled with children with CP represented by
their parents, as classified by the Gross Motor Function
Classification System (GMFCS),'***?!" all included partici-
pants at each of the five GMFCS levels. No studies specified
the sex of participants, whether they had intellectual im-
pairment or epilepsy, or used augmentative and alternative
communication, or were from culturally and linguistically
diverse backgrounds.
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Mclintyre et al.,
2010

Lungu et al.,
2016

Number of participants in cerebral palsy (CP) research priority-setting studies that are people with CP, parents/caregivers of people with

CP, or participants without lived experience. *Data includes the largest number of participants represented at any priority development or prioritization
stage. Gross et al.?® included 38 people with CP, 99 parents/caregivers, and 138 other participants in an initial webinar. Gilbert et al.?! also included 20
people with CP, 39 parents/caregivers, and 107 other participants who viewed two of the three webinars delivered.

®Lungu et al.?? reported >100 participants but the breakdown of participants is unknown.

Priority-setting methods

The included studies used a range of study designs to iden-
tify research priorities, primarily surveys and workshops
(Table 2). The grey literature source conducted a single sur-
vey to identify CP research priorities.”> McIntyre et al.'*
conducted a three-round Delphi survey to identify and then
further prioritize topics. Gilbert et al.”! arranged an online
three-part webinar series before conducting two surveys,
one to identify research uncertainties and one to prioritize
the uncertainties. Gross et al.’ prepared five online webi-
nars followed by a codigital survey to generate and rank the
research ideas and an in-person workshop to further identify
the highest-priority ideas. Lungu et al.”* organized a single
in-person workshop with an agenda to discuss the research
gaps in CP treatment.

Various methods were used to develop the conceptual
research priorities within each study, as well as to identify
the final list of priorities (Table 2). Four studies elicited ini-
tial, or ‘conceptual’, research priorities from people with
lived experience using surveys.'>*>*** Among these, the
investigators in Gilbert et al.*' and Gross et al.*’ arranged
webinars to educate participants on the current state of CP
research before asking participants to complete the initial
survey. The fifth study did not report how initial priorities

were conceptualized.” The final method for devising initial
priorities was evidenced in McIntyre et al.,"* who conducted
a literature review to generate initial research questions in
the arms of the survey series that did not include people with
lived experience. Three studies (60%) involved people with
lived experience of CP to refine the finalized list of research
priorities.

Identified research priorities

Four studies reported research priorities, ideas, questions,
or uncertainties, while the fifth described priority topic
areas.”” The number of individual CP research priori-
ties reported in the five studies ranged from 7 to 38 (total
109). Three studies ranked the research priorities/themes
as part of the methodology.'>*>*" Using the modified
McIntyre categories, the most common research priority
category was optimal intervention (61%), followed by com-
munity participation and quality of life (30%), and cause
and prevention (9%) (Figure 2, Appendix S5). Three stud-
ies reported priorities across all three categories; the re-
maining two studies reported priorities in two categories.
MclIntyre et al. ranked CP prevention as the top research
priority, despite there being fewer individual questions in
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this category (n=4 of 23 priorities)."” The grey literature
source, which involved exclusively consumer participants,
identified most priorities in the community participation
and quality of life category.”

Partnership with people with lived experience

Four of the five studies included people with lived expe-
rience as research partners conducting or overseeing the
study (Table 2).2°** In two studies, research partners (at
least two parents of people with CP) were involved via a
leadership team,”>* who collaborated at all stages of the
study from recruitment to data analysis.*? Parents of people
with CP were named coinvestigators on three studies,?*2?
while a person with CP was named a coinvestigator on one
study, completing data analysis and interpretation.”” The
final study did not include people with lived experience as
research partners.'?

DISCUSSION

This scoping review provides a novel depiction of CP re-
search priority-setting activities conducted globally with
people with lived experience to date. We identified five
relevant studies, and synthesized the methods employed,
the characteristics of participants with lived experience in-
volved, the most reported research priorities, and the extent
of research partnerships with people with lived experience.

It was encouraging to identify five studies, including
189 participants with lived experience in North America

Categorization of research priorities reported in the literature. Abbreviation: QoL, quality of life.

and Australia, that used comprehensive methods to glean
the research priorities of people with lived experience of
CP. These priorities are being used to shape the research
agenda,”** direct funding,”® and ensure research being
conducted meets the priorities of these key stakeholders.
Yet we propose that further research priority setting is re-
quired, to better reflect the views of the millions of people
living with CP globally. New projects should be consid-
ered to complement the existing evidence on research
priorities, including: (1) Participants with lived experience
of CP in other countries, particularly low- and middle-
income countries. An estimated 85% of children with dis-
abilities reside in low- and middle-income countries,?’
and context will inevitably influence research priorities
identified. It is expected that priorities of people with CP
will be influenced by factors including availability and
access to services and interventions; national disability
support and policy; and prevailing causal factors of CP.
Encouragingly, CP research priority setting has already
been conducted with health care professionals from 22
countries in Africa.”® Additional projects involving people
with lived experience, as well as engaging people in new
geographic contexts, is essential. (2) Greater participation
of people with CP across the lifespan. The studies to date,
and similar priority-setting projects for neurological im-
pairment and childhood disability,'*'”*~*! have involved
a higher proportion of parents/caregivers than people
with CP. Viewpoints may differ between these participant
groups. There is also a gap in research priority setting with
children and young adults with CP. Identifying the per-
spectives of people with CP throughout the lifespan will
add a unique and invaluable dimension to this field. (3)
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Participation of people with differing presentations of CP.
In particular, a focus on including participants who use
a wheelchair for mobility, use augmentative and alterna-
tive communication, have an intellectual impairment, or
have high support needs. This will ensure that the hetero-
geneity of CP is represented in research prioritization. It
is essential to offer accessible participation to ensure that
all potential participants are supported to participate.
Consistent reporting of participants' GMFCS levels, pres-
ence/severity of associated impairments, and use of assis-
tive technology will facilitate interpretation of priorities
identified in future projects. (4) Participants with diverse
backgrounds. Studies to date described few participants
with diverse backgrounds such as cultural and linguistic
diversity, rural or regional residence, or Indigenous peo-
ples. These important factors likely influence research
priorities, and the voices of participants with diverse back-
grounds should be amplified.

Heterogeneous methodologies were used in the five
studies, a common finding in health research priority set-
ting.%*>* As this field continues to grow, more rigorous
methods and reporting guidelines for conducting priority-
setting research involving people with lived experience have
been proposed. For example, the James Lind Alliance™
promotes the equal involvement of people with lived expe-
rience and clinicians in research priority setting, and offers
comprehensive guidelines on their methodology."” Future
projects may also consider the use of specific reporting
guidelines for (1) priority setting, and (2) involving people
with lived experience in health research, to facilitate trans-
parency and quality of research.>

The most common research priorities identified in this
review were related to optimal intervention. It is understand-
able that people with lived experience prioritize research that
has the potential to directly benefit them. However variation
existed between the studies; for example, McIntyre et al.
found the highest ranked questions to be ‘How can CP be
prevented?’ (followed by ‘What are the optimal treatments
for CP?’)."? New priority-setting projects should be mindful
of, and transparent about, any potential influence of their
methods on outcomes, particularly during the generation
of conceptual priorities. The James Lind Alliance guide-
lines specifically recommend gathering conceptual priori-
ties from a wide range of contributors, to ensure a balanced
and unbiased representation of people with lived experience
and other participants.®® Finally, explicitly describing the
consensus between research priorities identified by differ-
ent stakeholder groups,'? or including consensus within the
methodology,>*" is an important step in establishing a bal-
anced representation of all perspectives.

People with lived experience were actively involved as
research partners in four of the five studies, in accordance
with recommendations.”® Moving forward, researchers
should ensure that new study teams include research part-
ners with lived experience of CP. Particular consideration
may be given to those who may traditionally be underrep-
resented, such as people using augmentative and alternative

communication, with an intellectual impairment, or living
remotely. Additionally, children and young people with dis-
abilities are underrepresented as research partners.*®*® A
recent Canadian study involving young people with neuro-
developmental disabilities (including CP) identified train-
ing needs for engaging young people as research partners.*®
Their recommendations included effective communication,
building team rapport, and considering multiple methods
for research training. Other strategies to improve partner-
ship with people with lived experience include adequate
planning and financial investment to offer compensation,
and the development of good relationships.***’ Fortunately,
many toolkits and resources are available to help guide new
projects.”**"** Of note for low- and middle-income coun-
tries, one of these guides has recently been translated into
Brazilian Portuguese.*'

Limitations

Our search strategy and eligibility criteria intentionally lim-
ited our scope to CP-specific priority-setting studies. This
resulted in the exclusion of priority-setting projects for re-
lated conditions, such as neurodisability,”*"*>** childhood
chronic illness,' childhood lower limb conditions,** and
augmentative and alternative communication.*” It remains
possible that some of these studies included people with lived
experience of CP as participants . Future studies should con-
sider the priorities identified in these ‘CP-adjacent’ fields and
whether their findings could complement the CP-specific
priority-setting activities. We acknowledge that grey litera-
ture searching is non-systematic, and CP priority-setting
exercises outside of indexed journals may have inadvert-
ently been overlooked. However, we conducted a broad grey
literature search, including individual websites of known
CP organizations not in English, to mitigate this risk. We
encourage caution with any generalization of the research
priorities identified in this review, given the small number
of included studies, which originated from two high-income
countries only. Furthermore, a detailed examination of the
research priorities and questions reported, and whether
these have been adequately answered with research, was
outside the scope of this review. This should be conducted,
with the aims of (1) identifying persisting research gaps and
(2) recommending enhanced translation efforts for any re-
search questions that have been answered but continue to be
identified as a priority.

Conclusion

This scoping review has described, for the first time, the re-
search priority setting for CP that has been conducted world-
wide with people with lived experience. Comprehensive
activities have been conducted and report research priori-
ties in North America and Australia. Our findings particu-
larly emphasize the need for increased representation of
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individuals with CP and of people with lived experience in
low- and middle-income countries in new priority-setting
projects, to ensure the research agenda adequately reflects
the perspectives of the diverse global CP community and
context. Ultimately, by setting a research agenda that appro-
priately reflects the broader CP community, CP research is
likely to have more meaningful impacts on the lived experi-
ence of individuals with CP and their families.
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