Case Report

ABSTRACT

Unicystic ameloblastoma (UCA) refers to cystic lesions that show gross features of a jaw cyst but on histologic examination show a typical
ameloblastomatous epithelium lining part of the cyst cavity, with or without luminal and/or mural tumor growth. Even though the lesion is not as
aggressive as the solid ameloblastoma, an accurate histopathologic diagnosis is essential for the treatment and prognosis. This case report
illustrates a case of UCA of mural variant in the anterior region of the mandible crossing the midline, which is usually an unusual site of occurrence.
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Unicystic ameloblastoma (UCA) is a less encountered
variant of the second most common odontogenic tumor,
ameloblastoma. It refers to those cystic lesions that
show clinical and radiographic characteristics of an
odontogenic cyst but on histologic examination show a
typical ameloblastomatous epithelium lining part of the
cyst cavity, with or without luminal and/or mural tumor
proliferation." Unicystic ameloblastoma deserves separate
consideration due to its clinical radiographic and pathologic
features. This case report illustrates a case of UCA of mural
variant in the anterior region of the mandible crossing the
midline in a 20-year-old Nigerian female, which is usually an
unusual site of occurrence.

A 20-year-old Nigerian female reported to the department
of oral medicine and radiology with a chief complaint of
mobility in the lower front tooth for 3 months, without
pain. No history of systemic comorbidities and no extraoral
swelling were detected [Figure 1]. On inspection, no intraoral
swelling was seen, and on palpation, slight buccal cortical
expansion was felt in relation to 41, 31, 32 and retained
73. 33 was missing and Grade Il mobility of 31, 32, 41,
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and 73 was seen, no paresthesia of the lower lip present
indicating noninvolvement of terminal branches of inferior
alveolar nerve; orthopantomogram revealed a well-defined
multilocular mixed radiolucent radiopaque lesion extending
from the left parasymphyseal region of the mandible in
relation to the apices of 35 crossing the midline to the right
parasymphyseal region in relation to apices of 42, measuring
about 4 cm X 2 cm causing displacement of the 33 toward
the base of the mandible with scalloped superior border
associated with root resorption with respect to 35, 34, 73,
32, and 31. Septations were seen in the inferior border
[Figure 2]. Radiopaque mass was seen 4 mm below the
apices of 73, giving an impression of odontome. Cone-beam
computed tomography revealed expansion of the buccal
and lingual cortical bones with severe thinning which had
breached the labial cortex [Figure 3]. On the basis of clinical
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and radiographic characteristics, provisional diagnosis of
UCA with differential diagnoses of odontogenic myxoma
and dentigerous cyst was given. After routine investigations,
aspiration biopsy was performed to evaluate the contents of
the swelling, mainly to exclude the possibility of a vascular
lesion. Following this an incisional biopsy was performed
under local anesthesia, and the specimen was sent for
histological evaluation. Histopathological report confirmed
the provisional diagnosis of a UCA, which was a mural variant.
The patient was advised a surgical line of management
with informed consent and a preanesthetic evaluation,
which included buccal decortication with enucleation
of the cyst, followed by application of Carnoy’s solution
and a peripheral osteotomy, which was performed under
nasotracheal intubation with the extraction of impacted
canine along with 31,32,73 under general anesthesia to
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reduce the risk of recurrence [Figures 4 and 5]. The specimen
was sent for histopathological evaluation, which confirmed
the diagnosis of UCA. The patient has been followed up
for 6 months, with no clinical or radiographic evidence of
recurrence [Figures 6 and 7].

Ameloblastoma is the second most common odontogenic
tumor,? and 80% of all cases occur in the molar-ramus region.
The term ameloblastoma was coined by Churchill in 1934.
Almost up to 15 variants of this tumor are recorded till date.”!
UCA is one of the variants.

UCA was first defined by Robinson and Martinez in 1977.4

The frequency of these tumors is reported to be between 5%

and 22% of all types of ameloblastomas.®! An age-old debate

for the pathogenesis of this lesion still prevails. The following
three mechanisms have been proposed for the development
of the UCA:!®!

1. The reduced enamel epithelium of a developing tooth
undergoes ameloblastic transformation with subsequent
cystic development

2. Ameloblastomas arise in dentigerous or other types of
odontogenic cysts

3. Solid ameloblastoma undergoes cystic degeneration.

National Journal of Maxillofacial Surgery / Volume 13 / Supplement Issue 1 /2022



James, et al.: Unicystic ameloblastoma of mural variant crossing the midline

UCA is a slow-growing, persistent, and locally invasive lesions,
which may lead to bone deformation.” These expansile
lesions exhibit well-defined radiolucent areas, which are
surrounded by corticated borders, mainly in the posterior
region of the mandible.® In this report, a multilocular mixed
radiolucent lesion was seen in the mandibular anterior region
causing root resorption, which deviates from the usual
descriptions for this type of lesions in the literature. UCA may
present three histological variants, where the luminal subtype
of the tumor is confined to the luminal surface of the cyst
and the cystic wall is totally or partially lined by ameloblastic
epithelium; the intraluminal variant presents ameloblastoma
nodules protruding into the lumen of the cyst, and finally, in
the third variant, known as mural, wherein the cystic wall is
infiltrated by ameloblastomatous epithelium in the connective

tissue wall without involving the entire epithelium.®° The
histologic criteria for diagnosing a UCA include a cyst lined
by ameloblastic epithelium with a tall columnar basal layer,
subnuclear vacuoles, reverse polarity of the hyperchromatic
nucleus, and a thin layer of edematous, degenerating,
stellate reticulum-like cells on the surface.'” Histological
characteristics described on the excised specimen of the
present case are compatible with the mural variant. Despite
there being a consensus to treat ameloblastomas radically to
prevent recurrence.” Still it is worth-mentioning enucleation,
marsupialization followed by chemical cauterization, also
cryotherapy, decompression, peripheral osteotomy, and rare
cases block resection regarding its management.” Treatment
approach was selected for the presented case herein, where
enucleation of the cyst was followed by an application of
Carnoy’s solution and peripheral ostectomy, to minimize
the risk of recurrence. The patient has been followed up for
6 months without evidence of relapse.

UCA should be differentially diagnosed from odontogenic
cysts as the former has a high rate of recurrence. Timely
intervention for ameloblastoma with conservative surgery
combined with local adjuvants such as Carnoy’s solution,
peripheral osteotomy, and extraction of the associated teeth
should be the foremost treatment option for ameloblastoma
in young patients. This kind of approach is associated
with positive outcomes esthetically, psychologically, and
functionally when compared to major resections.

The authors certify that they have obtained all appropriate
patient consent forms. In the form the patient(s) has/have
given his/her/their consent for his/her/their images and other
clinical information to be reported in the journal. The patients
understand that their names and initials will not be published
and due efforts will be made to conceal their identity, but
anonymity cannot be guaranteed.
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