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Why conduct a research priority setting exercise in 
orofacial clefts? 

Why conduct research prioritisation 
exercises? 

In 1990 the CHRD report highlighted that only 5% of available global health 
research resources were invested in Low-and-Middle Income Countries (LMIC) 
where 93% of preventable deaths occurred.  [1]
As a result many tools for research prioritisation were developed. 

A methodological review in 2016 found that the most popular tool was the Child 
Health and Nutrition Research Initiative (CHNRI) method (26%) [3]. 

What is the CHNRI method?
The CHNRI method was developed in 2007 as a transparent framework to 
conduct research priority-setting exercises. [4] It is built upon crowdsourcing. 
where experts are invited to submit research questions they would like 
answered in the future. 
These questions are then condensed and 200 of them are scored and ranked 
using certain criteria. Stakeholders can use this list of questions for their 
research interest and funding. 

• To describe changes of the CHNRI methodology 

carried out to enhance inclusivity of research priority 

setting exercises on a global scale. 
• To report the outcome of this approach and ongoing 

challenges.

Data management and Ethics

Modifications to improve inclusivity

This exercise gathered a group of 15 technical experts with interest in OFC 
research. Individuals from a mix of backgrounds were invited (surgeons, dentists, 
nutritionists, program leaders) and from multiple countries (both high and LMICs) 
to incorporate a diversity of views from the wider research community. 
Their role was to provide input on how to increase inclusivity in this CHNRI 
exercise

The survey was created using the online Joint Information Systems Committee (JISC) 
platform.
It allowed for multiple collaborators, easy editing, easily downloadable data and was 
also secure. 

Collaborator recruitment
Web of Science search provided surnames and initials of the 300 most published 
researchers in the field of cleft lip and palate. 
Google and Bing searches were performed to find contact information for these 
researchers. 
Contact information included email addresses, Research Gate accounts and 
phone numbers. 233 email addresses and 46 Research Gate accounts were 
collected. 
National NGO and patient parent organisations contact information was also 
researched for every country in the world. In total 94 organisations were found 
and contacted. 

 

Results

Overall Numbers and Global reach

412 collaborators answered the survey 

1422 questions were submitted 

The survey was open over a period of five 

and a half months 

78 countries were reached comprising 

40% of the countries in the world. 

Gender

Specialty

Broad categories

Top specialties
Surgeons comprised the largest group of collaborators with a 30.42% share. This was followed by orthodontists (10.21%) and speech 
therapists (8.54%).
Underrepresented specialties:
Collaborators belonging to the medical specialties of anaesthetists, paediatricians and general practice were under-represented in the 
survey. They took 3.33%, 2.50% and 0.21% of the vote respectively.
Non-technical stakeholders: 
Members of patient parent organisations/non-governmental organisations comprised 8.96% of the overall share and family members of 
individuals with OFCs comprised 6.67%. 

56% of respondents were female and 44% were male. 

The largest group was questions about surgery which made up 12%
There were no groups significantly more under-represented than another.
The “Other” category made up 5% of overall questions and they included: ‘aetiology of clefts’, ‘resource management’, ‘all’, ‘prenatal care 
counselling’ and ‘quality of life’.

Discussion
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To date, there are no published CHNRI exercises in orofacial clefts (OFC). OFCs 
are the most common congenital condition affecting the face and head with an 
incidence of approximately 1 in 700 live births worldwide, with significant 
global variation in the burden of disease, management, and outcomes [6]. Other 
priority-setting exercises exist but none on a global scale. 

Previous priority setting exercises in orofacial clefts include: 

UK-wide James Lind alliance focus-group approach [7]
Workshop in 2007 on future research priorities for OFCs [8]
Social-media-based research prioritisation for multiple congenital 
abnormalities [9]
Prioritasation on sleep-disordered breathing in OFCs [10]
A Delphi study on the management of otitis media with effusion in cleft palate 
patients [11]

Why did we choose the CHNRI method?
Democratic and 
inclusive method  [12]

Crowdsourcing allowing participation from a wide range of 
individuals

Transparency of the 
method [12]

Criteria set from the beginning of the scoring process

Global audience [12] Multi-lingual and multidisciplinary approaches were necessary for 
our project and the CHNRI method had the capacity to do this. 

Flexibility towards 
inclusivity

We needed to be inclusive to non-research focused 
clinicians/professionals, parents/patients and NGO representatives, 
This was not part of the CHNRI methodology, but it had the 
flexibility to allow for these changes.  

Previous CHNRI exercises have invited experts, some including clinicians, to submit questions but this is one of the first CHNRI exercises to 
invite stakeholders from non-technical backgrounds and national parent organisations and NGOs to propose research ideas. [13,18-21]

This CHNRI exercise has more responses than any other global CHNRI exercise. 

Online dissemination of surveys using social media has been successful in the past and was also used in our methodology. 

Language translation in 3 languages. This could have led to limitations as we did not include some common native languages (Mandarin, 
Hindu, Arabic etc.). [24]

Use of WhatsApp as a method of dissemination was deemed "intrusive and non-conventional" by the Ethics committee even if it was the 
preferred method of contact for many busy clinicians in LMICs. 

9% of the submitted questions were not phrased in a traditional research question format, i.e., a coherent sentence followed by a question 
mark. This could be the result of promoting inclusivity above all and gathering responses from non-research active individuals

Patient parent organisations without online activity could not be contacted. 

We anticipated that surgeons were likely to be the largest group of respondents and adopted approaches to improve representation of other 
disciplines. Despite this, it remains challenging to involve groups that are non-surgical and non-clinical and it has highlighted how important 
this effort is. 
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