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Introduction
Ameloblastoma refers to a benign odontogenic tumor 

of epithelial origin and is locally aggressive with unlimited 
growth capacity.1 The tissues involved are most often those 
that give rise to the teeth so that ameloblastoma may cause 
facial distortion. Unicystic ameloblastoma has a well-defined, 
corticated border often associated with an impacted tooth or 
adjacent root resorption. Macrocystic changes of tumor island 
in the HPE sample can aid in differentiating ameloblastoma 
from other cysts.

Among the different types, unicystic ameloblastoma is 
the less encountered variant.2 Unicystic ameloblastoma is 
asymptomatic until gross expansion makes it deleterious. 
A typical feature of unicystic ameloblastoma is the ability 
to mimic an odontogenic cyst radiologically and clinically. 
Though histopathological report can demarcate between 
the two, chances of error or difficulty in determination of 
the lining in case of early stages can pose a dilemma to both 
pathologist and surgeon in deciding a final diagnosis making 
it strenuous for the surgeon to decide the course of surgical 
management.

Case Presentation
A 63-year-old male patient reported to the outpatient 

wing of the department of oral and maxillofacial surgery, 
KVG Dental College, Sullia with a chief complaint of 
missing teeth in the upper and lower back tooth region 

and wanted replacement of teeth with implant prosthesis. 
Patient underwent extraction of 46 three months back with 
uneventful healing and gave no history of associated pain 
or swelling with edentulous region. Patient was known pre-
diabetic with lifestyle modification and controlled glycemic 
levels.

Patient was moderately built, moderately nourished 
and well oriented to time, place and person. On extra oral 
examination there were no significant findings or changes 
noted or palpated. On intra oral examination, missing teeth 
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were present with 14,16,36,37,46,47 and grossly decayed 
teeth were present with 26,28. On palpation all the inspectory 
findings were confirmed and no vestibular tenderness was 
elicited. Provisionally, it was diagnosed as partially edentulous 
maxilla and mandible and OPG was advised.

OPG revealed a well-defined radiolucent lesion of size 4x3 
cm in size with sclerotic border with edentulous area of 46 and 
47. Internal structure had clear radiolucency with locularity 
seen in mesial aspects of lesion. Lesion appeared to displace 
inferior alveolar canal downwards, approaching inferior border 
of mandible. Subsequent to this incidental finding, CBCT 
was advised which reported, a well-defined radiolucency 
measuring approximately 39.7x 23.9 mm suggestive of cyst.

FNAC smear showed presence of islands of epithelial cells 
with prominent nucleus in a background of RBCs. After these 
investigations, differential diagnosis for this was Odontogenic 
Keratocyst, Ameloblastoma, Residual Cyst.

To confirm the diagnosis incisional biopsy was done and 
specimen was sent for histopathological examination which 
reported as suggestive of odontogenic cyst. As most of these 
investigations concluded odontogenic cyst, patient was 
planned for excisional biopsy. Thereafter, enucleation along 
with peripheral ostectomy and chemical cauterization with 
modified Carnoy’s solution was done under General Anesthesia 
and the excised sample was sent for final histopathological 
evaluation which reported as Unicystic ameloblastoma. Patient 
is being followed up regularly and trimonthly OPG is taken.

Discussion
A unicystic ameloblastoma was first described by Robinson 

and Martinez in 1977.1 Unilocular ameloblastoma (UA) is 
a rare variant of ameloblastoma, accounting for about 6%of 
ameloblastomas.2 Although it is a subtype of ameloblastomas, 

it can be distinguished because of its more benign biologic 
nature and better response to conservative therapy. Most of 
these cases are difficult to identify and distinguish without any 
investigations as it often occur asymptomatically.

Unicystic ameloblastomas have a slight male predilection 
and frequently originate from the posterior mandible.2 This is 
a general finding in younger population. Radiographically, the 
lesions commonly show expansive unilocular radiolucencies 
with a well-demarcated border. Approximately 50–80% of 
cases are associated with an impacted or unerupted tooth.7 
Therefore, the clinical and radiographic presentations of 
unicystic ameloblastoma are sometimes indistinguishable from 
those of dentigerous cysts.2,3,4

In a study to evaluate radiographic features of odontogenic 
keratocysts (OKCs) and ameloblastomas conducted by Jira 
Kitisubkanchana et al using radiographs of 100 cases of OKC 
and 101 cases of ameloblastoma in terms of location, border, 
shape, association with impacted tooth, tooth displacement, 
root resorption and bone expansion, they found that unilocular 
radiolucent lesion with smooth border, no adjacent tooth 
displacement, no root resorption and causing mild or no 
bone expansion is suggestive of an OKC rather than an 
ameloblastoma.

In our case, CBCT revealed apical involvement of mesial 
root of 48 in relation to its posterior extent and lesion was in 
close proximity with root apex of 45 anteriorly. There was 
thinning of buccal and lingual cortex and slight expansion of 
lingual cortex. On histological examination of incisional biopsy, 
the lining tissue and bone sample taken, showed mild to 
moderate chronic inflammatory cell infiltrate predominantly of 
lymphocytes. One part of section showed stratified epithelium 
of 6 to 8 cells thick with hyperchromatic basal and suprabasal 
cells which was reported as suggestive of odontogenic cyst. 

Fig. 1: Well defined radiolucent lesion of size 
approximately 4x3 cm with a sclerotic border 
i.r.t 46 and 47. Lesion also appears to displace 
inferior alveolar canal downwards.

Fig. 2: BCT (Sagittal section) - Well-
defined radiolucent lesion measuring 
39.7x23.9 cm with involvement of mesial 
root of 48 within the lesion.

Fig. 3: Pre-Operative CBCT (Axial 
section)- thinning of buccal and 
lingual cortical plates and slight 
expansion of lingual cortex

Fig. 4:  Gross specimen post 
enucleation

Fig. 5 & 6: Unicystic Ameloblastoma H &E --X Fig. 7: Post operative OPG - Bone 
formation and intact inferior border 
of mandible
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Therefore, treatment protocol also followed conservative 
management with enucleation, peripheral ostectomy and 
chemical cauterization with Modified Carnoy’s Solution. Use of 
Carnoy’s solution has been relatively contraindicated in recent 
studies due to carcinogenic action of chloroform. Final biopsy 
of the resected lining histopathologic appearance showed 
large cystic cavity lined by epithelium of varying thickness 
exhibiting hyper chromatic, palisading and polarized columnar 
basal cells. Supra basal cells are loosely textured and non-
cohesive resembling like stellate reticulum and cytoplasmic 
vacuolization in few areas. There was presence of epithelial 
edema and connective tissue wall consisted of dense bundles of 
collagen fibers with spindle shaped fibroblasts and in few areas’ 
juxta-epithelial hyalinization. Moderate chronic inflammatory 
cell infiltrate was also present. Therefore, the final diagnosis 
post-surgery concluded to be Unicystic Ameloblastoma. Now 
the dilemma occurs about further management, if conservative 
management was sufficient or do we have to go for a second 
surgery for resection. Most authors find no direct relationship 
between various histological types of the ameloblastoma and 
the clinical behaviour.5

Radical surgery often means that the patients have 
serious complications including facial deformity, masticatory 
dysfunction, and abnormal jaw movement.6 In case of 
Ameloblastoma, as per literature, most common treatment 
protocol is resection of adjacent bone involved, but in case 
of unicystic ameloblastoma, this treatment protocol is still 
controversial as there are studies that have proved management 
of unicystic ameloblastoma to be treated primarly like an 
odontogenic cyst with conservative management and regular 
follow up. The biologic behavior of this variant tends to be 
less invasive than multilocular ameloblastomas. They respond 
more favourably to conservative surgery than do solid or 
multicystic ameloblastomas.3,7,8,9,10,11

A case report by Natália Galvão Garcia et al on Management 
of Unicystic Ameloblastoma with Mural Proliferation 
by Conservative Treatment, reported a case of unicystic 
ameloblastoma that occurred in the right posterior mandible of 
19-year-old girl, which was enucleated and did not recur after 
12-month follow-up.12

Similarly, another case report on Unicystic Ameloblastoma  
by Ming-HsuanHsu et al reported that conservative 
interventions are generally preferred for unicystic 
ameloblastomas in the mandible but are not suggested for 
those in the maxilla, because of the spongy osteoarchitecture of 
the maxilla which facilitates spread of the tumor.12

It is suggested that a relatively conservative therapies 
can initially be applied for unicystic ameloblastomas, 
with more-aggressive approaches being reserved for later 
recurrence and long-term follow-up is mandatory for unicystic 
ameloblastomas since recurrence may take place years after 
removal.13 Less invasive therapeutic methods can produce 
beneficial treatments, particularly when combined with the 
clinical and surgical considerations, in light of the significant 
fundamental principles in the current research.14 This approach 
can only be suggested where it is possible to follow the patient 
for an extended period of time. In this case, trimonthly OPG is 
taken for close follow up to observe for healing and any signs 

of expansion or recurrence. Follow up protocol formulated is 
trimonthly OPG for a year followed by yearly long term follow 
up for better prognosis.

Conclusion
This case discussed emphasizes the diagnostic dilemma in 

a case of unicystic ameloblastoma as it mimics as odontogenic 
cyst clinically and radiologically. Even though the final HPE 
report determined that our case was unicystic ameloblastoma, 
adhering to the strategy of conservative management and 
routine follow-up resulted in a reliable outcome.
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