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Ameloblastic fibro-odontoma: A casereport
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Case Report
Abstract

BACKGROUND AND AlM: Ameloblastic fibro-odontoma (AFO) is a rare, mixed odontogenic tumor that usually occursin
children and young adults with no gender predominance. Posterior mandibular region is usually involved and a painless
swelling is the most common clinical feature.

CASE REPORT: We here report a case of AFO in a 12-year-old girl with a complaint of a painful expansive lesion in the
right posterior mandible. Radiographic examination showed a well-defined radiolucency containing radiopague
meaterials. The second molar was displaced by the lesion. Enucleation was conducted and no recurrence was observed
after 4 years of follow-up.

CONCLUSION: AFO is abenign expansive jaw lesion which developsin children. To treat AFO, proper surgical excision
and curettage should be performed.
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meloblastic fibro-odontoma (AFO) is
Aa rare, benign and  mixed
odontogenic tumor composed of
proliferating odontogenic epithelium
in a cellular ectomesenchymal tissue with
varying degrees of inductive changes.
Clinically, it is usually asymptomatic and
might be accompanied by a non-erupted or
displaced vital tooth.}2 Most cases are
diagnosed during the first or second decade of
life, with equal frequency in the maxilla and
mandible, and no gender predominance.34
Radiographically, it appears as a well-
defined radiolucency containing various
amounts of radiopaque material with
irregular size and form.5¢ Histologically, it is
composed of strands and islands of
odontogenic epithelium embedded in a cell-
rich ectomesenchymal tissue, resembling

dental papilla. Formation of dental hard
tissues resembling enamel and dentin is seen.
Usually, AFO is not aggressive and the best
treatment is conservative surgical excision
and it has no tendency to recur.”8 This paper
reports a case of a large painful expansive
AFO in a 12-year-old girl.

Case Report
A 12-year-old girl with a complaint of an
expansive and painful lesion in the right
posterior mandible was referred to the
Department of Oral and Maxillofacial
Pathology. Clinical examination showed a
swelling in that area with no history of local
infection or trauma. The medical and familial
histories were unremarkable and the results
of physical examination and hematologic
tests were within normal limits. Panoramic
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radiography  revealed a  well-defined
radiolucent lesion containing scattered foci of
radiopaque material, extending from the
mandibular first molar to the angle of
mandible, occupying whole posterior body of
the mandible. The roots of the involved first
molar were resorbed. The second molar was
displaced to the inferior border of the
mandible by the lesion (Figure 1).

Figure 1. Panoramic radiograph showing a
well-defined radiolucent lesion which contained
scattered foci of radiopaque material in the left

lower jaw

Based on the clinical and radiographic
findings, the differential diagnosis included
several odontogenic cysts and tumors like
AFO, immature complex odontoma,
calcifying epithelial odontogenic tumor,
calcifying odontogenic cyst and
odontoameloblastoma. Excisional biopsy was
performed and the mass was removed along
with the first and second molars. The surgical
specimen measured 3.2 x 2.7 x 2 cm. It had a
cystic appearance with a lumen containing a
tumor-like mass with mineralized material in
its internal wall (Figure 2, A and B).

Figure 2. Surgical specimen showing a cystic

like mass with the first and second mandibular

molars (A), internal part of the specimen
containing mineralized material (B)

Histopathological examination revealed
strands and islands of odontogenic epithelium
showing peripheral palisading and loosely
arranged cells identical to stellate reticulum in
the central area. The stroma comprised of
loose connective tissue, with abundant
extracellular ~matrix  containing  plump
fibroblasts resembling the dental papilla
(Figure 3). Immature particles similar to dental
organ were also seen. Dental hard tissues,
including  dentinoid  structures  and
osteodentin with ghost cells, were observed in
some areas (Figure 4). There was no evidence
of malignancy in this lesion. Based on these
findings, the tumor was diagnosed as an AFO.

Figure 3. The lesion photomicrograph
showing strands of odontogenic epithelium
with peripheral palisading and stellate
reticulum-like area arranging in a myxoid
cellular stroma resembling dental papilla

Four years after surgery, no recurrence
was observed and the clinical and
radiographic appearances of the bone
demonstrated bone healing.

Figure 4. Photomicrograph showing dentinoid
like material
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Discussion

Odontogenic tumors constitute 7% of all
cases of oral lesions in children and
adolescents.” Among them, AFO is relatively
rare and represents approximately 1%-3% of
all these lesions.’® A study conducted by
Saghravanian et al.l’ in Iran showed that
odontogenic tumors constitute 1.9% of oral
and maxillofacial lesions and among them,
the prevalence of AFO was 3.2%. In similar
studies carried out by Kowkabi et al.’2 and
Taghavi et al.’3 in Iran, the prevalence of AFO
was reported to be 6.5% and 1.6% of
odontogenic tumors, respectively.

This lesion usually occurs in people under
20 years of age with an average age of 9
years. Therefore, in the differential diagnosis,
age is as an important characteristic
parameter.’#15 Philispen et al.’® investigated
86 cases of AFO and observed only one case
over 20 years of age.

AFO has a marked tendency to occur in
the molar area, with an equal distribution
between the maxilla and mandible and no
gender predilection.’” Swelling, failure of
tooth eruption and tooth displacement are
the most common complaints of the patients,
but other symptoms, such as pain and
paresthesia are not common.!8 Saghravanian
et al.l' noted that painless swelling is the most
common clinical finding in patients with
AFO. However, the case presented here had a
painful swelling in the involved region.

In radiographic evaluation, a well-defined
radiolucency containing various amounts of
radiopaque material is usually discovered.
The amount of radiopaque component differs
from one lesion to another; sometimes it
predominates and the lesion may resemble
an odontoma.”

The proper classification of AFO is
controversial. According to the World Health
Organization, it is included in the group of
tumors of odontogenic epithelium with
odontogenic ectomesenchyme, a mixed
odontogenic tumor. AFO is a benign tumor
that exhibits the same benign biologic
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behavior as that of ameloblastic fibroma.
Conversely, the term odontoameloblastoma
(or ameloblastic odontoma) refers to tumors
representing a histological combination of
ameloblastoma and odotoma.?5

Recent studies have suggested that the
immunohistochemical assays show strong
reactivity for amelogenin, f-catenin, and
CD44 in odontogenic tumors. In a peripheral
AFO case described by Lin et al.,’ tissue
sections showed high levels of amelogenin, -
catenin, CD31 and CD44.

AFO is well-circumscribed and does not
invade the surrounding bone. Many authors
have reported that AFO can be properly treated
by surgical curettage2 Nascimento et al?’
reported the case of an 8-year-old boy with an
AFO that was treated by enucleation and
curettage, without recurrence during an 8-year
follow-up. Also, Arab Oghli¢ followed a case of
AFO for six years in a 3.5-year-old boy treated
by enucleation and reported no recurrence.

In a study by Tsagaris® only one of 29
AFO cases recurred, which was due to
inadequate surgical removal at the time of
the initial treatment. Also in a case reported
by Frissell and Shafer?! the lesion was
aggressive and recurred twice after the initial
surgical excision.

Reis et al. have reported that the impacted
tooth associated with AFO can be preserved,
while others have reported recurrence after
preservation of the teeth involved.2

Malignant transformation of AFO is rare,
and the exact rate is not known.2 Herzog et al.?
followed a 14-year-old girl with an AFO for
twelve years and during this period, they
observed four recurrences with histological
changes in the connective tissue toward a more
cellular and disorganized pattern diagnosed as
odontogenic sarcoma. Also Howell and
Burkes?* presented two cases of malignant
transformation of AFOs. They described that
malignant transformation of AFO seemed to be
more frequent than previously thought. Bregni
et al.% reported that in patients with a higher
average age (33 years), ameloblastic fibro-
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sarcomas can developed from previously
benign tumors like AFOs.

As mentioned in the literature review, not
all AFOs are aggressive, nor should they be
expected to recur after conservative surgical
excision.?¢ If recurrence occurs with a change
in the histopathological pattern toward a

malignant transformation potential. It seems
that a case-dependent treatment plan may
result in the best outcome. Therefore, in the
case of repeated recurrences or malignant
transformations, a more extensive treatment is
recommended. Long-term follow-up should be
considered in the management of AFO.

more cellular and wunrecognized fibrous
stroma with displacement of the epithelial
component, then more extensive procedures
should be performed.
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Conclusion
AFO is a rare benign neoplasm with low
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