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ABSTRACT

Aim: To report a small intaalveolar ameloblastoma which
resembled cystic lesion, and to emphasize the value of
Computed tomography (CT) in radiographic examination.

Background: Ameloblastoma is a slow-growing, locally
invasive odontogenic neoplasm that accounts for approximately
10% of all tumors detected in the jaws. Radiographically, those
tumors are usually well-defined. Computerized tomography is
highly recommended to confirm the diagnosis.

Case description: A 48-year-old female attended with a chief
complaint of painless swelling in the left anterior of mandible,
1 month duration. In intraoral examination, non-fluctuant,
immobile, approximately 1 x 1 cm in dimension, painless,
swelling which had a bone-like hardness and located in the
mandibular canine region was detected. Panoramic radiography
revealed a well circumscribed unilocular radiolucent lesion
located in the inter-radicular area of left mandibular lateral and
canine teeth. In CT examination it was realized that the lesion
was multilocular. Histopathological examination of the biopsy
specimen was reported as ameloblastoma.

Clinical significance: It is extremely difficult to find such an
ameloblastoma in small dimension in alvolar bone.
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INTRODUCTION

Ameloblastoma, an odontogenic neoplasm, is typically
slow-growing, locally invasive and benign. It is the
most common clinically significant odontogenic tumor,
accounting for approximately 10% of all jaw tumor occur-
rences. Its exact etiology is unknown.

Three clinicoradiographic variants are recognized:
solid/multicystic (86%), unicystic (13%) and peripheral
(1%). Solid/multicystic ameloblastoma is commonly
encountered in patients aged 30 to 70, with neither a
gender nor racial predilection. About 85% of all cases are
located in the mandible.>*

Radiographically, these tumors usually appear
well-defined and are frequently delineated by a cortical
border. The internal structure varies from completely
radiolucent to mixed, with the presence of bony septa that
provide multilocular or soap bubble patterns. Occlusal
radiography may show bone expansion and thinning
of the adjacent cortical plate, and egg shell formation
may also be realized. Computerized tomography (CT)
is highly recommended if a preliminary diagnosis of
ameloblastoma is made, as it not only helps confirm the
diagnosis, but also allows for accurate evaluation of the
anatomical extent of the tumor and for detecting cortex
perforations and soft tissue invasion. CT findings include
cystic areas of attenuation with scattered isoattenuating
regions, representative of soft tissue components. The
lesion can also erode through the cortex, extending into
the surrounding oral mucosa. If invasion into soft tissues
is extensive, magnetic resonance imaging (MRI) should
be performed, as it yields more accurate images of the
nature and extent of the invasion.>”

In this report, we aimed to present an extremely rare
case of a small ameloblastoma located in the alveolar bone
of the anterior mandible, and to confirm the value of CT
in the diagnosis of the ameloblastoma.

CASE REPORT

A 48-year-old female presented at the Oral and
Maxillofacial Radiology Clinic with a chief complaint of
a small painless swelling in the left anterior mandible of
1-month duration.

Her medical history was noncontributory. She had
poor oral health, with generalized gingival inflamma-
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Figs 1A and B: (A) Panoramic radiograph and (B) periapical radiograph showing a well-circumscribed, cyst-like radiolucent lesion,
approximately 1 cm in diameter, located between the left mandibular lateral incisor and canine tooth

Fig. 2: Occlusal radiograph indicated multiple radiolucencies
around the lateral incisor, canine and first premolar teeth but
the cortical bone was intact and no bone expansion was noted

tion and significant tooth loss. Intraoral examination
revealed a hard, nonfluctuant and nontender swelling,
approximately 1 cm in diameter, located in the man-
dibular canine tooth region. The relevant teeth were
found to be vital.

Panoramic and periapical radiographs revealed a
well-circumscribed, unilocular cyst-like radiolucent
lesion, located between the left mandibular lateral
incisor and the canine. There was no lamina dura loss,
displacement or root resorption of adjacent teeth (Figs
1A and B).

Occlusal radiograph indicated multiple radiolucen-
cies around the lateral incisor, canine and first premo-
lar teeth but the cortical bone was intact and no bone
expansion was noted (Fig. 2).

Axial CT scans of the mandible (bone-window)
revealed well-defined multiple heterogenous hypodense
areas with scalloped border that involved incisor, canine
and premolar teeth. A slight expansion at the lingual
side and eroding of the cortices at buccal side of the
tumor were also noted (Figs 3A and B).

The initial diagnosis was a lateral periodontal cyst,
keratocystic odontogenic tumor, or small ameloblastoma.
Following a tissue biopsy and histopathological exami-
nation of the specimen, a diagnosis of ameloblastoma

) Axial computed tomography (CT) scan of

Figs 3A and B:
mandible (bone- wmdow) shows heterogenous hypodense area
approximately 10 mm in diameter and eroding of buccal cortical
plate and (B) Axial CT scan (bone window) shows thinning and
slight expansion of lingual cortex of the left mandibular corpus and
well-defined multilocular hypodense areas surrounding the teeth

was confirmed. The histopathological type of the lesion
was folicular type with intraosseous components (Fig. 4).
Surgery consisted of an alveolar segmental resection
containing the teeth numbered 31, 32 and 33. For this
purpose, a vertical incision was made to the distal papilla
of the tooth number 41, and a horizontal incision was
extended to the second premolar on the left side. The bone
extending from the mesial part of the tooth number 31 to
the distal side of the tooth number 33 was demarcated with
a saw. To preserve the integrity of the mandibular cortex,
the segment was removed as a block, 1 cm apart, from the
apical teeth. Histopathological examination of the segment
also confirmed the diagnosis of ameloblastoma. However,
after a 1-year follow-up, no recurrence was observed.

DISCUSSION

Our case provides an opportunity to develop a differential
diagnosis for radiolucencies associated dental roots,
in line with the reports presented by Levin et al? and
Lagares et al® of two cases of small ameloblastomas in
the premolar region of mandibles. Moreover, Naitoh
etal® reported five cases of ameloblastomas detected in the
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Fig. 4: Epithelial tumor cells, arranged in a palisadic way in the
periphery and comprising ameloblast-like cells, are seen. Stellate
reticulum-like cells and squamoid cells are observed in the middle
(HE40x)

interalveolar septum of the teeth located in the incisor-
canine mandibular region.

Based on the strength of the histopathological diag-
nosis, and the clinical and radiographical appearance
of the tumor, the case reported by Lagares, et al® was
classified as the more common solid/multicystic type
of ameloblastoma. Although radiography initially sug-
gested a unicystic type of lesion, that diagnosis was
rejected because of the lack of cystic findings in the
histopathological examination.

Solid/multicystic types of ameloblastoma pre-
ferentially affect the mandible. Although unilocular
or multilocular images may be seen in both types of
ameloblastoma, the former are more common in the
unicystic type, while the latter typically indicate the
solid/multicystic type.?

Initial radiographic examination in the present case
revealed a unicystic lesion; however, CT examination
showed that the lesion was actually multilocular. This
indicated that CT examination, particularly thin cross-
sectional examination, is very valuable in the diagnosis
of these hard to observe small lesions. The initial (biopsy)
and final histopathological examination of the specimen
also confirmed the ameloblastoma diagnosis, emphasiz-
ing the value of the combination of histopathology and
radiology in establishing a diagnosis.

While the molar-ascending ramus is the most preva-
lent area for the occurrence of multicystic ameloblasto-
mas, a minority of cases are detected in the area between
the first premolars, and between the canine and central
incisors, as in our case."* The desmoplastic type of amelo-
blastoma most commonly occurs in the anterior region
and especially in maxilla. The characteristic radiographi-
cal feature of this type of tumor is a mixed radiolucent/
radiopaque lesion with an ill-defined margin.” It is inte-
resting that the lesion in our case had similar clinical

and radiographical features with the desmoplastic type
of ameloblastoma, but histopathological examination
did not reveal any desmoplastic alterations. The tumor is
often asymptomatic. Small lesions can be detected dur-
ing a routine radiographic examination.® In our case,
the lesion dimensions were small, and only swelling
was evident.

According to our estimates, the lesion was captured
at initial stages. Nonetheless, the lesion was rather agg-
ressive, owing to the local aggressive and infiltrative
nature of the ameloblastomas."?

Following a study by Ide, et al® which was conducted
on 14 cases of unsuspected small ameloblastomas located
in the alveolar bone, 60 cases had been reported to date,
and only two of these were the periradicular type of
lesion seen in our case. Therefore, such lesions appear to
be extremely rare. This argument is also supported by the
studies of Takeda and Yamamato,” who stated that only
four cases of small ameloblastoma located in the alveolar
bone had been reported prior to their study. Moreover,
Naitoh, et al® reported only five cases of ameloblastoma
located in the interalveolar septum of the mandibular
incisor-canine region.

Ameloblastomas have a common tendency for root
resorption and tooth displacement. Some teeth may
displace apically.® In our case, neither root resorption
nor tooth displacement was evident. The relevant teeth
also retained their vitality; however, loss of lamina dura
and periodontal membrane of the relevant teeth did
occur. Some reports have suggested that the desmoplastic
type of ameloblastoma develops from the periodontal
membrane of the related tooth. In such a case, lamina
dura and periodontal ligament of the teeth relevant to the
tumor are invisible on radiographs. Recently, Katsura, et
al'’ reported a case of desmoplastic ameloblastoma in the
canine-premolar region of the right maxilla. The authors
speculated that the tumor in their case might have arisen
from the periodontal membrane of the relevant teeth, as
aradiographical absence of lamina dura and periodontal
membrane was noted. Although, the radiographical fea-
tures of our case were similar, the histopathological exami-
nation did not indicate desmoplastic ameloblastoma.

In addition, although the lesion observed in our case
was located in the mandible, its border was not easily
detectable. This is an interesting point because lesions
with ill-defined borders are characteristic of ameloblas-
tomas in the maxilla.?

The lesion was initially thought to be a lateral perio-
dontal cyst, a lateral radicular cyst, keratocyst, or amelo-
blastoma. Lateral periodontal cysts and lateral periapical
cysts have a unilocular cystic appearance, similar to that
of the present case. They may also reach an appreciable
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size, so that swelling may be noted. In a periapical cyst,
the related tooth does not respond to electrical pulp
testing, whereas in a lateral case, a positive response is
registered.” As in our case, small odontogenic keratocystic
odontogenic tumor are frequently discovered during
routine radiographic examinations. However, in our case,
unlike in a keratocyst, bone expansion was detected.

The choice of an exact method of ameloblastoma treat-
ment requires assessment of the clinical type (solid/mul-
ticystic, unicsystic or peripheral), localization, dimension
of the tumor, and the age of the patient. For small lesions,
simple enucleation may be applied. However, Sampson
and Pogrel® postulated that curettage of ameloblastoma
resulted in unacceptable recurrence rates. The solid/
multicystic type is more infiltrative and needs a more
aggressive resection, including soft tissuesand a1 to 2 cm
wide safety margin.>* Although, the present lesion was
a solid/multicystic type, owing to its small dimensions,
local excision combined with protection of the inferior
cortex was the right therapy choice.

CONCLUSION

Localization of ameloblastoma in the alveolar bone
combined with the small lesion size is an extremely
rare condition. In the case reported here, the border and
shape of the lesions were indistinguishable from those
of a cyst, indicating that tumors of this type might easily
be misdiagnosed. Consequently, we confirmed that a
combination of CT and histopathological examination
is extremely valuable in achieving a correct diagnosis.

REFERENCES

1.

10.

ShamE, Leong ], Maher R, et al. Mandibular ameloblastoma:
clinical experience and literature review. ANZ ] Surg 2009;
79(10):739-744.

. Levin PM, Kratochvill F], Nolan J. Ameloblastoma of the

mandible: a case report. ] Periodontol 2003;74(6):883-886.
Lagares DT, Guisado JMH, Perez JLG. Mandibular amelo-
blastoma. A review of the literature and presentation of six
cases. Med Oral Patol Oral Cir Bucal 2005;10(3):231-238.

. Samson DE, Pogrel MA. Management of mandibular amelo-

blastoma: the clinical bases for a treatment algorithm. J Oral
Maxillofac Surg 1999;57(9):1074-1077.

Dunfee BL, Sakai O, Pistey R, Gohel A. Radiological and
pathologic characteristic of benign and malignant lesions
of mandible, Radiographics 2006;26(6):1751-1768.

Naitoh M, Shiojima M, Fan CW, Ushida M, Nakamura M,
Kikuchi A. Ameloblastoma in the interalveolar septum:
Report of five cases. Oral Radiol 1992;8(1):45-53.

Wakoh M, Harada T, Inoue T. Follicular/desmoplastic hybrid
ameloblastoma with radiographic features of concomitant
fibro-osseous and solitary cysticlesions. Oral Surg Oral Med
Oral Pathol Oral Radiol Endod 2002;94(6):774-780.

Ide F, Mishima K, Yamada H, Horie N, Saito I, Shimoyama T,
Kusama K. Unsuspected small ameloblastoma in the alveolar
bone: a collaborative study of 14 cases with discussion of their
cellular sources. ] Oral Pathol Med 2008;37(4):221-227.
Takeda Y, Yamamoto H. Ameloblastoma located in the
alveolar bone: a case report. ] Nihon Univ Sch Dent 1990;
32(4):270-274.

KatsuraK, MaruyamaS, SuzukiM, Saku T, TakagiR, Hayashi T.
A case of desmoplastic ameloblastoma arising in the
maxillary alveolus: the origin and time-course changes
in the early stage of tumour development observed on
dental radiographs. Dentomaxillofac Radiol 2011;40(2):
126-129.

778



