
© 2022 African Journal of Paediatric Surgery | Published by Wolters Kluwer - Medknow186

Abstract

Case Report

Introduction

Dentigerous cyst is a developmental odontogenic cyst of 
the oral cavity that is usually associated with an unerupted, 
impacted or embedded tooth. Formation of this cyst has been 
attributed to the accumulation of fluid causing separation of 
dental follicle from around the crown of an unerupted tooth. 
Thus, this cyst is also known as follicular cyst. These cysts 
are usually prevalent between the second and fourth decades 
of life because they mostly occur in association with the 
secondary dentition. It is most commonly associated with an 
impacted mandibular third molar, followed by the maxillary 
canine and maxillary third molar.[1] Treatment recommended 
for a dentigerous cyst is surgery and usually consists of 
enucleation and extraction of the teeth engulfed by it.[2] In 
this case report, we present a rare occurrence of a dentigerous 
cyst in the anterior maxillary region in a paediatric patient 
accounting for an incidence rate of 9.1%. The uniqueness of 
this case stems from its novel line of treatment in removing 
the entire cystic pathology while simultaneously preserving 
the permanent tooth bud.

Case Report

An 8‑year‑old male patient reported to the Department of Oral 
and Maxillofacial Surgery, with the chief complaint of swelling 
in the upper left side of the face for 2 months. Initially, the 
swelling was pea sized and gradually increased to its current 
size. On extraoral examination, the facial swelling was oval 
shaped measuring approximately 3 cm × 3 cm over the upper 
left side region [Figure 1a and b]. On palpation, the swelling 
was well defined, firm to hard consistency, non‑tender with 
no local rise in temperature, non‑pulsatile and non‑fluctuant. 
On intraoral examination, obliteration of the labial vestibule 
and palatal mucosa was seen in relation to deciduous upper 
left canine.

Computed tomography (CT) revealed a unilocular radiolucency 
with well‑defined borders in close proximity to left maxillary 
sinus along with radiopaque tooth structures suggestive of 
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a cystic lesion with unerupted tooth  [Figure 2a and b]. On 
aspiration, the fluid obtained was reported as negative for 
malignancy.

Based on the clinical and radiological findings, the lesion was 
diagnosed as dentigerous cyst of the maxilla in association with 
unerupted tooth and surgical enucleation was planned under 
general anaesthesia.

Following aseptic measures, an upper vestibular incision 
was given and tissue dissection done to expose the 
maxilla [Figure 3]. Careful stripping of cystic wall was done 
preserving the permanent tooth buds. Permanent tooth buds 
canine, pre‑molars were preserved. Deciduous canine was 
left in situ.

The histological examination of the specimen showed a cystic 
lining along with a capsular tissue. The cystic lining consisted 
of 2–3 layers of cuboidal cells. Focal areas of the lining were 
seen proliferating into the underlying capsule associated 
with chronic inflammation along with odontogenic rests. The 
capsule showed haemorrhagic areas with chronic inflammation. 
All these were suggestive of an infected dentigerous cyst.

Healing was uneventful. The patient was reviewed up 3‑month 
post‑surgery with no recurrence of the lesion [Figure 4a and b]. 

However, 4th‑month post‑surgery showed signs of ectopic 
eruption of the permanent tooth in relation to the left central 
incisor.

Discussion

The pathogenesis of the dentigerous cyst is controversial. 
It has been suggested that the pressure exerted by an 
erupting tooth on the follicle may obstruct venous flow 
inducing accumulation of exudate between the reduced 
enamel epithelium and the tooth crown.[3] The formation of 
developmental cysts in a growing child may be associated with 
profound developmental process which includes the growth 
of the maxillofacial skeleton and development of the primary 
and permanent dentition.[4]

Dentigerous cysts have a male predilection at a ratio of 1.8:1[5] 
and mostly occurring in the children and adolescents. The 
frequency of occurrence of dentigerous cyst was approximately 
4% noted only from 8 years of age and above.[6] The site of 
occurrence is more common in mandible than maxilla. In this 
case report, the male patient was below the age of 8 years and 
the cyst was in the anterior maxillary region which is rare 
and unique.

Cysts are asymptomatic until they attain considerable size 
or secondarily infected and present with symptoms such as 
swelling and pain. Thus, early detection and removal of the 
cysts are important to reduce morbidity. This can be done by 

Figure 3: Intraoperative picture showing vestibular incision to expose 
cystic lesion

Figure 1: (a) Pre‑operative clinical photographs showing facial swelling 
on the left side as seen in front view (b) pre‑operative clinical photographs 
showing facial swelling on the left side as seen in worm’s view
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Figure 2: (a) Axial section of computed tomography (CT) scan of the 
face reveals well‑defined unilocular radiolucency in close proximity to 
maxillary sinus along with impacted tooth (b) sagittal section of CT scan 
of the face reveals well‑defined unilocular radiolucency in close proximity 
to maxillary sinus along with impacted tooth
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Figure  4:  (a) Post‑operative clinical photograph at 6  months reveals 
resolution of swelling as seen in front view (b) post‑operative clinical 
photograph at 6 months reveals resolution of swelling as seen in worm’s 
view

ba
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performing radiographic examinations in cases of un‑erupted 
teeth. Panoramic radiograph may be a good option for this 
examination. However, in cases of extensive lesion, CT 
imaging becomes necessary.

From a clinical standpoint, the differential diagnosis of a 
dentigerous cyst should include other cystic lesions such as 
the odontogenic keratocyst, primordial cyst and odontogenic 
tumours such as ameloblastoma, ameloblastic fibroma and 
adenomatoid odontogenic tumour.[7]

Dentigerous cysts usually appear as well‑defined unilocular 
radiolucent areas involving the crown of unerupted teeth. While 
a normal follicular space is 3–4 mm, a dentigerous cyst can be 
suspected when the space is more than 5 mm.[8] In our case, 
there was a large well‑defined radiolucency in the anterior 
maxillary region along with radio‑opaque structure suggestive 
of unerupted teeth.

The management of a dentigerous cyst varies depending upon 
the size, location, involvement of the surrounding structures 
and associated teeth. The treatment of choice for dentigerous 
cyst is enucleation along with extraction of the impacted 
teeth.[2] The other surgical option in case of larger cysts or 
in paediatric patients is marsupialization which decreases 
morbidity.

Previous studies stated that thorough enucleation should 
never be compromised.[9] Thus, extraction of the involved 
tooth is advocated during enucleation to decrease the chances 
of recurrence. In the paediatric age group, several studies 
concluded that marsupialization is a preferred method to 
preserve the tooth, thereby maintaining the function and 
aesthetics.[10] The potential for eruption of the involved tooth 
bud occurs when root apex is open and root formation is 
incomplete.[11]

In our case, we performed a complete enucleation of the cyst 
and simultaneously leaving the involved permanent tooth bud 
intact inside that eventually erupted ectopically in oral cavity. 
Orthodontic tooth movement will manage further correction 
of ectopic tooth in dental arch.

To conclude, early diagnosis and treatment of lesion in children 
are of utmost importance to obtain the best possible outcome. 

Although the treatment should be as conservative as possible 
to avoid excessive morbidity, it is always best to be aggressive 
enough to prevent recurrence.
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