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ABSTRACT

Unicystic ameloblastoma, constituting approximately 6% of all ameloblastomas, poses diagnostic
challenges, particularly in distinguishing it from dentigerous cysts. This rare variant manifests
with diverse clinical presentations, complicating accurate identification. Herein, we present
a case initially misdiagnosed as a residual cyst, underscoring the imperative need for a
comprehensive diagnostic assessment. The management involved complete enucleation,
and subsequent excisional biopsy unveiled an Ackerman's type three variant.

This case report emphasizes the significance of recognizing long-standing unicystic
ameloblastomas, which may manifest post-tooth extraction, initially misleadingly diagnosed as
residual cysts.
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1. INTRODUCTION

“Unicystic  ameloblastoma, described by
Robinson & Martinez in 1977, is one of three
clinical variants of ameloblastoma, the other two
being the more common intraosseous solid or
multicystic (conventional)” [1-4]. 'VICKERS &
GORLIN in 1970 [5] described 3 distinct
histopathological features for unicystic
ameloblastoma and these were slightly modified
by LEIDER et al. In 1985” [6]. ACKERMAN et al.
in 1988 reported “a series of 57 unicystic
ameloblastomas and studied their histological
features in detail” [7]. “Type 1 — A unilocular
cystic lesion lined by epithelium which in areas
shows the criteria defined by VICKERS &
GORLIN” [5]. “Type 2 — A nodule arising from the
cyst lining, projecting into the lumen of the cyst,
and comprising odontogenic epithelium with a
plexiform pattern which closely resembles that
seen in the plexiform ameloblastoma. Type 3 —
The presence in the connective tissue wall of the
cyst, of invasive islands of ameloblastomatous
epithelium”.[8] “The reported recurrence rate
after treatment of unicystic ameloblastoma
ranges from 10 to 25%” [7,9,10,6,3,11].

The purpose of this case report is to present a
case of unicystic ameloblastoma that was long

standing and appeared after tooth extraction and
was misdiagnosed as residual cyst.

2. CASE REPORT

A female patient aged 28 years reported to the
department with a well-defined swelling in the
right back region of lower jaw (Fig. 1), since past
1 month,patient was apparently asymptomatic 1
month back when patient had extraction wrt 46
from a local clinician, following which the swelling
appeared and gradually increased in size, the
swelling was non reducible and did not
responded to any medication ,the swelling was
3*2 cm in dimension, swelling was tender and
fluctuant in consistency and the overlying
mucosa was smooth and normal, patient was
advised orthopantamogram, the report clearly
showed the presence of a well-defined
radiolucency, with corticated smooth margin and
radio-lucent cavity, fine needle aspiration biopsy
was performed under local anaesthesia which
revealed a yellowish brown colour fluid (Fig. 2) .
Based on the history, clinical and radiological
examination the provisional diagnosis of residual
cyst was made. Patient underwent enucleation of
the cyst under local anaesthesia, the complete
cyst was removed in total and was sent for
biopsy (Fig. 3, Fig. 4).

Fig. 1. Patient reported with facial asymmetry
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The histopathological report showed sections of
cystic architecture with evidence of an area of
ameloblatomatous lining and moderately fibrous
capsule with evidence of few ameloblastomatous
follicle, giving it an impression of unicystic

ameloblatoma group-3(disconnected follicles by
ackerman 1988). (Fig. 5)

Patient was recalled back for further
management patient didn’t reported back.

Fig. 2. Aspiration positive showing yellowish brown fluid

Fig. 3. Enucleation of cyst under anesthesia
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Fig. 4. Cyst removed in toto

Fig. 5. Histopathological section revealing area of ameloblatomatous lining and moderately
fibrous capsule
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3. DISCUSSION

“UA is a rare type of ameloblastoma, accounts
for about 6% of all ameloblastomas. Great
difficulty exists in differentiating dentigerous cyst
from UA. However, following manifestations
favors UA. Defect in the wall of a cyst, unilocular
cystic lesion extending into the ramus, expansion
of both buccal and lingual cortex (tumor usually
grows buccally and lingually, whereas the cyst
grows toward most dependent part, i.e. buccally),
presence of erythematous and granulomatous
tissue at the marginal gingival (mucosal
ulceration) with the absence of the bony
cortex, and associated healthy primary dentition”
[12].

“The unicystic ameloblastoma deserves special
consideration on the basis of its clinical and
radiologic appearance, its histopathology, and its
response to treatment” [3]. ‘It has been
suggested that for all unilocular lesions, an
excisional biopsy by enucleation should be
carried out. If the histopathological diagnosis
shows Ackerman type 1 or type 2 unicystic
ameloblastoma, then follow-up and a wait and
see policy is advocated till recurrence is noted.
However, for a pathological diagnosis of
Ackerman type 3 resection is recommended. The
rationale for treatment without an incisional
biopsy is that a small tissue may not reflect all
types of Ackerman unicystic ameloblastoma;
thus, the chance of under diagnosis is high” [3].

“Enucleation  alone vyielded the highest
recurrence rate among all treatment (30.5%).
Two possible explanations: firstly, cystic lining of
the tumor is inadequately removed; secondly,
ameloblastic tumor cells can invade the
cancelleous bone to a certain extent”.??
“Enucleation followed by application of modified
Carnoy's solution has resulted in a recurrence
rate of 16.0% which is the best except for
resection” [12]. “The recurrence rate could even
lower than reported, if the closely related teeth
with tumor are extracted” [12]. “Because in an
attempt to preserve the tooth without damage,
tumor remnants may be left around the tooth
apex or root and these may lead to recurrence”
[11,12]. Modified Carnoy's solutions a powerful
fixative penetrates the cancellous spaces and
thus fixes the remaining tumor cells [13].

In the present case complete enucleation was
performed followed by excisional biopsy
revealing ackermans type three variant. Patient
was recalled for marginal resection but didn’t
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turned up. We also support the idea of being
minimally aggressive for type 1 and 2 variants
and resections for type 3 variant [14,15,16].

4. CONCLUSION

In conclusion, the presented case highlights the
diagnostic challenges associated with unicystic
ameloblastoma, which initially = manifested
clinically as a residual cyst. The clinical
presentation, coupled with radiographic and
histopathological  findings, underscore the
importance of a comprehensive approach to
accurately identify and classify odontogenic
lesions.  Unicystic ameloblastomas, often
misdiagnosed as other cystic lesions, require
careful evaluation and consideration for
appropriate management. Continued monitoring
and long-term follow-up are crucial to assess
treatment outcomes and detect any potential
recurrence.
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