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Introduction

Eldon J Gardner described and characterized the rare syn-
drome that bears his name in 1951. The myriad of changes 
consist of multiple intestinal polyposis, osteomas, and epi-
dermoid cysts, alongside dental anormalities [1]. A genetic 
mutation in the gene for adenomatous polyposis coli on 
chromosome 5 is considered to be primarily responsible [2]. 
The high penetrance and high incidence of tumors associ-
ated with Gardner syndrome (GS) make early diagnosis and 
family counseling important.

Patients with suspected GS must undergo endoscopy to 
assess the presence of multiple intestinal polyps. Temporo-
mandibular ankylosis is not directly related to GS but makes 
it impossible to perform an endoscopy. This work aims to 
report a case of suspected Gardner syndrome in a patient 
with chronic and severe trismus. This situation has resulted 
in a delayed diagnosis.

Material and Methods

This is a retrospective case report according to the recom-
mendations of the CARE guideline [3]. The authors exam-
ined and operated on a child patient with severe chronic 
trismus. The patient was operated on at Hospital Josina 
Machel, Luanda, Angola, according to the guidelines of 
Good Clinical Practice and the principles of the Declara-
tion of Helsinki. Delayed diagnosis of Gardner syndrome 
has been discussed in this article.

Case Report

An 11-year-old male patient was referred to the Hospital 
Josina Machel in Luanda. The main complaint was severe 
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trismus for more than a year. The patient was disconnected 
from daily school activities and isolated at home. Exactly 
how often, the caregivers could not say. A lack of interest, 
apathy, anxiety, and feelings of insecurity have been identi-
fied for some depressive symptoms. The panoramic radio-
graph showed multiple mandibular and maxillary masses 
in addition to a few unerupted teeth. The authors suspected 
GS (Fig. 1). Due to severe trismus, the patient was unable 
to undergo endoscopy to evaluate for intestinal polyposis. 
A CT scan was performed which showed no evidence of 
ankylosis of the temporomandibular joint (TMJ) (Fig. 2). 
Surgical planning included removal of osteomas to assess 
development of TMJ ankylosis (Fig. 3).

The patient underwent mandibular osteoma removal 
under general anesthesia. At the same time, some teeth 
that had not erupted were removed (Fig. 4). Due to the 
extensive deformity of the temporomandibular region 
caused by osteomas, a mandibular osteotomy just below 
the TMJ was performed to simulate gap arthroplasty. A 
joint prosthesis was not used due to high costs and logis-
tical problems. Transoperatively, the patient was able to 
open his mouth normally. The operation was considered 
successful according to the authors.

Two weeks after osteoma removal, the patient under-
went regular endoscopy. Intestinal polyps were found and 
the delayed diagnosis of GS was achieved. The patient and 
his family were satisfied with the diagnosis and treatment. 
They all returned to their everyday lives without any kind 
consequences.

For logistical reasons, neither anatomo-pathologic 
examination nor genetic testing was performed. The 
hospital where the patient was operated has a large num-
ber of patients and does not have sufficient tomographic 
equipment to meet the needs. For this reason, many 
patients are evaluated preoperatively, but postoperative 
follow-up is through clinical evaluation. The use of CT 
scans for postoperative assessment, as in the present case, 
is uncommon.

Fig. 1  Panoramic radiography. Note the mandibular masses in the 
TMJ region and several unerupted teeth

Fig. 2  CT scan showing no evidence of TMJ ankylosis

Fig. 3  Intraoperative aspect of osteomas

Fig. 4  Removed osteomas and unerupted teeth
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Discussion

The late diagnosis of maxillofacial pathology has been a 
regular problem in Angola. For financial, logistical, and cost 
reasons, Angolan maxillofacial surgeons need to increase 
their clinical and radiological knowledge in order to be able 
to make an adequate definitive diagnosis. Although the 
importance of genetic testing is well known [4], genome 
sequencing is not available in most parts of the African con-
tinent. Although these tests are of great value not only for the 
patient but for the whole family to detect disease mutations 
and diagnose cancer early [2], this does not correspond to 
the Angolan reality.

Chronic trismus is defined as restricted mouth opening for 
at least one year [5]. With a multiple etiology, including ana-
tomical, syndromic, oncological, infectious, and TMJ dis-
eases, this is always a challenging situation. Diagnosis is an 
important question. Magnetic resonance imaging (MRI) is 
considered the gold standard for assessing TMJ [6]. Unfortu-
nately, apart from some difficulties in clinical interpretation, 
no MRI was available in our provincial hospital.

MRI and genetic testing are not available to the authors. 
An anatomo-pathological study has been suspended due to 
the COVID-19 pandemic as it was being conducted in Bra-
zil. Diagnosis of GS is based on clinical findings, gastroin-
testinal endoscopy, and genetic testing [7]. Although some 
items were missing from this diagnostic triad, a definitive 
diagnosis was possible. This case highlights the importance 
of constant updating and recycling of knowledge. This 
is particularly evident in pathological cases since some 
pathologies are rarely or usually not seen, even in special-
ized services.

Custom TMJ prostheses are a reality in middle-income 
and developed countries. Planning, cutting templates and the 
entire prosthesis can be digitally individualized and achieve 
a gold standard in TMJ replacement [8]. The high cost of 
this replacement system is prohibitive for several countries 
worldwide and much of the African continent. Some non-
prosthesis surgical techniques are still performed worldwide 
to treat TMJ ankylosis [9]. Surgical intervention on TMJ, 
condyle, ramus, and/or coronoid process is still possible in 
some regions today, with predictable results being achieved 
in addition to the preservation of esthetics and function. This 
step can be performed alone or in conjunction with orthog-
nathic surgery or bone grafts [10–12].

The internet has opened up a world of possibilities. Tel-
edentistry, case reviews and knowledge sharing are available 
to a large number of maxillofacial surgeons working in hard-
to-reach regions. An international collaboration between 
Angola and Brazil achieves some results [13, 14]. Humani-
tarian missions in low-income countries are extremely use-
ful but come at a high cost [15]. While online collaboration 
cannot solve several problems, it is an inexpensive way to 

receive scientific updates and case discussions. Altruism is 
a helpful situation that expands knowledge and opportunities 
for both parties.

Conclusions

When Gardner syndrome is suspected, maxillofacial sur-
geons must increase their knowledge and skills to make a 
definitive diagnosis, counsel patients and loved ones, and 
prevent future complications. Temporomandibular osteo-
plasty is useful in regions where a prosthetic option is not 
possible. International online collaboration is a great form 
of sharing experiences and awareness.
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