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ABSTRACT

Differential diagnosis of intra-oral lesions is challenging and rare lesions are usually neglected. Peripheral (extra-osseous)
ameloblastoma is the rarest form of ameloblastoma with high predominance in male. It occurs most commonly in the gingiva. The
peak of incidence is above 50 years. The purpose of this report is to describe a case of peripheral ameloblastoma in an 18-year-old
female, for more acquaintance with this rare lesion. Differential diagnosis of this lesion is also discussed in detail.

CASE REPORT

An 18-year-old girl was referred to a private oral pathology center
(Tehran-Iran) with the chief complaint of swelling in gums since three
years. The swelling grew gradually in size over the period of time. She
had neither any other medical problem nor any history of previous
trauma. Extra-oral examination was normal. Intra oral examination
revealed a firm sub-mucosal mass (measuring 3x1.5 cm) in right
mandibular lingual gingiva, extending from midline to second
premolar area [Table/Fig-1]. The overlying mucosa was intact.
There was no bleeding, no tenderness and no lymphadenopathy.
The panoramic radiograph showed no evidence of alveolar ridge
changes or intra-osseous lesion [Table/Fig-2]. Considering both
clinical and radiographic features, provisional diagnosis of peripheral
ossifying fibroma was given. The differential diagnosis includes
benign soft tissue neoplasms and peripheral odontogenic tumours.
Excisional biopsy was done under local anaesthesia.

[Table/Fig-1]: Intra oral photomicrograph showing a red-pink submucosal mass in
the lingual gingiva of right mandibular area from midline to second premolar.

[Table/Fig-2]: No evidence of bone involvement in panoramic radiography.
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The gross specimen was a well-circumscribed, oval-shaped mass
measuring 2.7x1.4 cm. It showed a solid, white and homogenous
cut surface [Table/Fig-3]. Microscopic examination on low power
demonstrated an odontogenic tumour containing islands of
ameloblastic epithelium in follicular pattern that occupied the
fibrous (collagenized) stroma. Connection of the neoplasm with
basal layer of the surface epithelium was seen [Table/Fig-4]. High
power examination revealed tumour islands depicted a single layer
of tall columnar ameloblast-like cells surrounding a core of loosely

and creamy-white cut surface.
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[Table/Fig-4]: Microscopic section shows nests and islands of ameloblastic

epithelium filling the lamina propria. Connection of the islands with the basal
layer of the surface epithelium is also seen (black arrows) 100X; H&E stain.



Saede Atarbashi Moghadam et al., Peripheral Ameloblastoma in an Adolescent Girl

arranged angular cells. The follicular nests fulfilled the Vickers
and Gorlin criteria (peripheral cells with hyperchromatic nucleus,
palisaded nuclei, reverse polarity and sub-nuclear vacuole formation)
[Table/Fig-5]. Some acanthomatous changes in central portion of
the nests were also evident. Pseudo-epitheliumatous hyperplasia
was also seen. These microscopic features were consistent with the
diagnosis of Peripheral Ameloblastoma (PA). Clinical follow-up was
performed every three months in the first year after surgery with no
evidence of recurrence [Table/Fig-6]. Patient has been placed on
annual follow-up.
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[Table/Fig-5]: Follicular nests of the tumour show palisaded peripheral cells with
hyperchromatic nucleous, reverse polarity and sub-nuclear vacuole formation
(Vickers and Gorlin criteria) surrounded a core of loosely arranged angular cells
400X; H&E stain.
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[Table/Fig-6]: One month after excision of the lesion.

DISCUSSION

Central Ameloblastoma (CA) accounts for about 1% of all oral and
maxillofacial pathologies and PA represents approximately 2% to
10% of all ameloblastomas, the rarest form [1,2]. Stanley and Krogh
described the first true PA in 1959 [3]. The average age is 52 years
and most of the cases are diagnosed in the fifth to seventh decades.
It occurs in a considerably higher age group than those of CA. It
shows a 1.9:1 male to female predilection [4]. The present case
was an 18-year-old female. Development of PA in this age range
is extremely rare. According to Philipsen HP series, only 1.48% of
cases were under 20 years of age [4]. The commonest location is
lingual aspect of mandibular gingiva in the premolar area followed
by anterior region, similar to the present case. However, rare cases
of buccal mucosa involvement were reported [5-7]. Oteri G et al.,
reported a desmoplastic form of PA present in maxilla in a 17-year-
old boy [1]. Surya V et al., reported a PA in a retromolar region
[8]. The aetiology of peripheral odontogenic tumours is indefinite
and their sources are remnant of dental lamina that reside in the
gingiva (rests of Serres), thus they develop in the gingiva and lingual
to the primary teeth [9]. PA usually appears as a painless, sessile,
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firm nodular mass with smooth surface, but, pebbly and papillary
appearance has also been described. It is usually pink in colour, but
also seen in red to dark red [3,4].

Clinical Differential Diagnosis

The clinical differential diagnosis most often is reactive soft tissue
lesions, followed by benign soft tissue neoplasms and peripheral
odontogenic tumours [4,10].

Reactive Soft Tissue Lesions

They are induced as a response to irritations or trauma and can be
formed on the gingiva as a sessile or pedunculated nodule. They are
usually singular and asymptomatic. Surface ulceration may be due
to trauma. They are predominant in female [11,12].

Irritation Fibroma (IF) usually has a pink colour and most commonly
found in fourth to sixth decades of life [11,12]. The present case
was of a patient younger than average age of IF.

Pyogenic Granuloma (PG) has tendency to occur on the facial
aspect of interdental papilla of anterior maxilla. Its surface is
typically ulcerated. Its colour ranges from red to pink (depending
on lesion’s age). It usually entails soft consistency [11,12]. In the
present case, we observed a pink, non-ulcerated lesion along with
firm consistency.

Peripheral Giant Cell Granuloma (PGCG) present exclusively on
gingiva. It appears with blue-purple colour. It most commonly
occurs in first five decades of life [12]. The colour of present lesion
did not match with PGCG.

Peripheral Ossifying Fibroma (POF) occurred only on gingiva.
It ranges from red to pink in colour. Teenagers and young adults
are most affected. There is a slight predilection for maxillary arch
in incisor-cuspid region and interdental area [11,12]. Resorption of
interdental bone and teeth separation may be seen [11]. The age of
the patient and the colour and location of this lesion matched with
POF.

Benign Soft Tissue Tumours

Fibromatosis is a firm, painless mass, most frequently occurs in
children or young adults. The commonest site of the lesion is the
paramandibular soft tissue. It often exhibit rapid growth. The lesion
can grow to considerable size and is frequently poorly circumscribed
showing infiltration into the adjacent tissue [12]. The appearance of
this lesion and growth rate was not consistent with Fibromatosis.

Myofibroma is typically a painless mass develops most frequently in
first four decades of life. The most common location is the mandible.
Some myofibromas exhibit rapid enlargement [12]. The present
lesion matched with characteristics of myofibroma.

Peripheral Odontogenic Tumour

Peripheral odontogenic fiboroma is the most common peripheral
odontogenic tumours followed by PA [9]. It typically occurs on
the gingiva of the mandible [12]. Because of their rarity, it was
considered, the latest differential diagnosis in the present case.

Histopathologic Differential Diagnosis

Peripheral variant of odontogenic fibroma, ameloblastic fibroma,
developing odontoma (PDO) and ameloblastic fibro-odontoma
(PAFO) may be confused with PA, microscopically [9,12]. The
presence of dentinoid or cementum-like materials and the lack
of peripheral columnar cells with reverse polarity in peripheral
odontogenic fibroma should help to differentiate it from PA [12]. The
connective tissue of three other peripheral odontogenic tumours
shows dental papilla-like structures instead of fibrous stroma of PA.
In PDO and PAFO, dental materials is evident [9].

Bone involvement is not seen in PA, but superficial alveolar
erosion was also reported [1, 4]. Bone involvement must be ruled
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out for diagnosis of PA from CA with invasion into soft tissue
[13]. PA possibly originates from rests of dental lamina beneath
the oral mucosa or from the basal epithelial cells of the gingival
epithelium [4,5]. Similarly connection of the ameloblastic islands
with the basal layer of the surface epithelium was seen in present
case. Surgical excision is the treatment of choice [2]. Unlike the
CA, it demonstrates an innocuous clinical behaviour. Recurrence
is rare [10]. But long term follow-up was recommended [2].
Some examples of malignant transformation in PA have been
described [4,10].

CONCLUSION

PA is one of rare intra oral lesions and its occurrence in young adult
female is extremely rare. Also, this lesion has benign behaviour, but
some of them were reported to undergo malignant transformation,
then familiarity with clinical and histopathology of this lesion was
important and the patients need long term follow-up.
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