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Abstract

Ameloblastma is benign odontogenic tumor having potential to grow into various size with
tendency to recur. Unicystic ameloblastoma is a less encountered variant among the all
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intraosseous variety of ameloblastoma. Radiographically it shows unilocular or multilocular

radiolucency mainly in posterior mandible which is common in various odontogenic tumor and
cysts, but radiolucency crossing the midline is extremely rare. Unicystic ameloblastoma has less
aggressive potential and recurrence may be seen after longer time, so long term follow up is
essential in these cases. We are reporting case of unicystic ameloblastoma in 45 year female
involving mandible, crossing midline with unilocular radiolucency with radiopaque bony

trabecule radiographically.
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Introduction

Many benign lesions cause mandibular swellings, and
these can be divided into odontogenic and
nonodontogenic origin. The most common tumor of
odontogenic origin is ameloblastoma which develops
from epithelial cellular elements and dental tissues in
their various phases of development. More than 80% of
all ameloblastomas are solid or multicystic variants, with
unicystic  ameloblastoma  being an  important
clinicopathologic form of ameloblastoma and occupying
the remaining 20% of the cases along with peripheral
ameloblastoma.[1] Unicysticameloblastoma, a variant of
ameloblastoma, was first described by Ackermann et al.,
in 1988.[2] Unicystic ameloblastoma (UCA) is the most
common term used to designate its different pathological

entities. Sometimes these can present as a multilocular
radiolucency which makes the use of the term —cystic
ameloblastomal more appropriate.

However, some authors still believe that the notion that
cystic ameloblastomas can have a —truel clinically
multicystic pattern is arguable and contend with the use
of the term —unicysticameloblastoma.[3- 4]. The
unicystic ameloblastoma is a less encountered variant of
the ameloblastoma, referring to those cystic lesions that
show clinical and radiographic characteristics of an
odontogenic cyst but in histologic examination show a
typical ameloblastomatous epithelium lining part of the
cyst cavity, with or without luminal and/or mural tumor
proliferation. [4] This paper illustrates a case of unicystic
ameloblastoma of the mandible in an 45-year-old female.
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Case Report

A 45 year old female patient reported with the chief
complain of swelling on right side of face since three
months (Figure 1). Patient gave history of swelling in
lower posterior region of jaw three years back and
operated for the same. Past medical history was not
contributory. Patient does not have any adverse habits.
Patient was alright after the surgery for three years, and
then she noticed the swelling on right side of face which
gradually increased to present size.

There was no history of trauma, bleeding. Asymmetry of
face was noticed on extraoral examination due to
swelling on right side of face. Swelling was diffuse,
smooth surfaced covered by normal skin, it was hard and
painless on palpation. Intraoally swelling was seen in the
right buccal vestibule. It was extended from 42 up to the
47 region obliterating buccal vestibule. It was 3X4 cm in
diameter approximately. It was hard and non-tender on
palpation. Missing 43, 44, 45, 46 were noticed.

OPG (Figure 2) showed radiolucent lesion with
radiopaque bony trabeculae. It was extended from
second molar of right side to lateral incisor on left side,
through crossing the midline. Root resorption was seen
with 31, 32, 41, 42. Missing 43, 44, 45, 46.

There was thinning of inferior border of mandible. CT
scan (Figure 3) showed large expensile osteolytic lesion
in right side of mandible crossing midline with thinning
of the inferior border of mandible. There was destruction
of the buccal cortical plate, which was seen in 3 D
reconstruction view. On these findings it was
provisionally diagnosed as ameloblastoma with
odontogenic keratocyst and central giant cell granuloma
considered in differential diagnosis.

On excisional biopsy, (Figure 4) gross specimen showed
three to four bits of tissues with sizes ranging from 2X2
cm to 2 X1 cm, red to white in color with few extracted
teeth with root resorption. There was no excessive
bleeding during excision of the lesion.

Histologically, (Figure 5A) hematoxylin and eosin
stained section under 10X showed cystic lumen lined by
epithelium. Under 40X (Figure 5C)this lining was made
up of hyperchromatic basal layer showing reverse
polarity of nuclei, which was suggestive of ameloblastic
epithelium. Overlying epithelial cells were loosely
cohesive and resemble stellate reticulum. Section also
showed (Figure 5B) ameloblastic epithelium growing in

the form of nodules in the connective tissue of cyst wall.
On this, final diagnosis of unicystic ameloblastoma
group I (mural) was confirmed.

Results and Discussion

The WHO classified ameloblastoma into three variants
such as conventional, Unicystic, and peripheral
ameloblastoma, which differ in their relation to age,
distribution,  localization, imaging features and
prognosis.[5]

Most ameloblastomas contain microcysts but the
unicystic variant has a lining of flattened tumour cells
which resemble those of non- neoplastic cysts, with
nodular proliferation into the lumen without infiltration
of tumour cells into the connective tissue wall.6 The
occurrence of unicysticameloblastoma is between 5% to
22% of all types of ameloblastomas.8 There is difference
in the mean age according to the variants of
unicysticameloblastoma.

The younger age group(10-20 years) in those cases
diagnosed as dentigerous, as compared to nondetigerous
seen in (40-70 years) old age group. In our case patients
age is 45 years going with the literature, with mandible is
commonly involved as in our case also.l It occurs
usually as asymptomatic, few cases may report with
painless swelling of the jaws with facial asymmetry as in
our case.[6]

Ackermann et al., in 1988 classified this entity into the
following three histologic groups: Group I—Iluminal
Unicysticameloblastoma (tumor confined to the luminal
surface of the cyst); Group II- intraluminal/plexiform
Unicysticameloblastoma (nodular proliferation into the

lumen without infiltration of tumor cells into the
connective  tissue  wall); Group IHl—mural
Unicysticameloblastoma (invasive islands of

ameloblastomatous epithelium in the connective tissue
wall not involving the entire epithelium.

Histologic subgrouping (modified after Ackermann et

al.,) by Philipsen and Reichart. Subgroup 1 - Luminal

UA. Subgroup 1.2 - Luminal and intraluminal. Subgroup

1.2.3 - Luminal, intraluminal and intramural. Subgroup
1.3 - Luminal and intramural.[6]

Radiographic appearance or incisional biopsy cannot
give diagnosis of unicysticameloblastoma as incisional
biopsy is not representative of the entire lesion, it may
result in an incorrect classification.
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Fig.1 Extraoral and intraoral swelling.

Fig.2 OPG radiolucent lesion crossing the midline with radiopaque bony trabeculae . Root resorption was
seen with 31, 32, 41, 42.

Fig.3 CT showing large expensile osteolytic lesion of mandible crossing midline with thinning of the inferior
border of mandible and destruction of the buccal cortical plate
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Fig.4 Gross specimen with cystic lining and teeth

Fig.5 (Figure 5A) hematoxylin and eosin stained section showed cystic lumen lined by epithelium.
(Figure 5B) ameloblastic epithelium growing in the form of nodules in the connective tissue of cyst
wall under 10X. Under 40X (Figure 5C) lining shows hyperchromatic basal layer with reverse polarity

of nuclei and overlying epithelial cells resemble stellate reticulum.

Multiple areas need to be evaluated to confirm that the
tumor does not extend beyond the cyst wall.[8] In 1977 it
is believed that unicysticameloblastomais less
aggressive, and its response to enucleation or curettage is
more favorable than the classic solid or multicystic
ameloblastomas.[9]. Treatment recommended for
ameloblastoma is usually wide resection as more
recurrence is there, but it will cause masticatory
dysfunction, facial deformity etc. so recurrence is not
always considered fist but, morbidity and quality of life
of patient should always be considered. The treatment for
subgroups 1 and 1.2 may be enucleation, whereas for
subgroups 1.2.3 and 1.3 it must be treated radically. [10]

Average interval of recurrence is 7 years. Recurrence
rate according to type is 35.7% in those invading the
fibrous wall while in others it is 6.7% only. According to
treatment recurrence rate is less in resection i.e. 3.6%
while in enucleation alone it is 30.5%, for enucleation
followed by Carnoy’s solution application 16%, and 18%
by marsupialization followed by enucleation or resection.
Though in unicystic ameloblastoma is less aggressive,
treatment differ according to subtypes, so incisional
biopsy not always helpful to plan the treatment as it
represent only small area. Finally this is rarest case
where within small time there is recurrence and midline
crossing with root resorption.



Int.].Curr.Res.Aca.Rev.2021; 9(05): 1-5

Clinical Significance

Multiple areas need to be evaluated to confirm that the
tumor does not extend beyond the cyst wall, which is
possible only after excisional biopsy. So diagnosis is
often retrospective.
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