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Adenomatoid odontogenic tumor in anterior maxilla: A case report
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ABSTRACT

Adenomatoid odontogenic tumor (AOT) is an uncommon benign lesion of odontogenic origin. This tumor mainly affects young
individuals in the second decade with a female predilection and is most commonly located in the anterior maxilla, usually associated
with an impacted canine tooth. The aim of this report is to discuss the case of a 24-year-old female with AOT in the maxillary incisor

region and includes the surgical management of the case.

Key words: Anterior maxilla, Benign tumor, Jaw swelling, Odontogenic tumor

denomatoid odontogenic tumor (AOT) is an uncommon

benign lesion of odontogenic epithelial origin characterized

by the clinical presentation of absent or impacted teeth,
absence of pain, expansion of bone, and deformity of the face as
the lesion develops and grows [1]. This was first described by
Dreibaldt in 1907 as a pseudo-adenoameloblastoma [2,3], and terms
such as adenoameloblastoma, ameloblastic adenomatoid tumor,
adamantinoma, or teratomatous odontoma have been used to define
the lesion which is currently known as AOT. The term AOT was
introduced by Philpsen and Birn and later adopted by the World
Health Organization (WHO) in 2005 [4]. AOT was initially classified
by the WHO as a mixed odontogenic neoplasm because it sometimes
contains dental hard tissue formed by interactions between the
dental epithelium and mesenchyme. At present, AOT is classified as
an epithelial tumor without odontogenic ectomesenchyme and has
an overall distinctive histomorphology, which exhibits a remarkable
consistency making its diagnosis easy and non-ambiguous [4-6]. It
represents 3-7% of all odontogenic tumors. AOT mostly occurs in
patients between 10 and 30 years [3,6,7]. It has a tendency to occur
in the anterior portion of the jaws (95%) and is found twice as often
in the maxilla (65%) than in the mandible. Females are affected
about twice as often when compared to males [7-9].

Due to the benign nature of the lesion and its very low
recurrence rate, extensive surgery is not indicated. The surgical
management of this lesion would be enucleation along with the
associated impacted tooth; because of its capsule, it enucleates
easily from the bone [7]. This report presents the case of a
24-year-old female with AOT in the anterior region of the maxilla
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involving maxillary incisors, which was surgically managed
along with enucleation of the lesion.

CASE REPORT

A 24-year-old female reported to the Department of Oral and
Maxillofacial Surgery with a chief complaint of an asymptomatic
swelling in the maxillary anterior region for 6 months.

The patient was well oriented to time, place, and person and
with no pallor, icterus, clubbing, cyanosis, and organomegaly. Her
vital signs were within normal limits. On extraoral examination,
the swelling was diffuse, non-lobulated, non-tender, about 3
x 3 cm in size, and was not fixed to the overlying skin in the
anterior region of the maxilla. Intraoral examination revealed a
soft fluctuant swelling extending in the maxillary anterior region,
obliterating the buccal vestibule (Fig. 1).

The surgical procedure was planned for the patient. After
injection of 4 ml local anesthetic with 1:80000 adrenaline in the
buccal mucosa, a full-thickness flap was raised. The lesion was
exposed and was removed in toto. Peripheral ostectomy was done
and a bone graft was placed in the defect. Suturing was done with
3-0 vicryl. Extraction of the left maxillary central and lateral incisor
was done. The tissue, measuring 2 cm x 1.5 cm x 1.5 cm, attached
to the incisors was sent for histopathological examination (Fig. 2a).

Histopathologic examination showed a circumscribed lesion
comprising variably sized epithelial nests with peripheral
palisading of tall columnar cells and central cystic space along
with occasional stellate cells, suggestive of AOT (Fig. 3).

The mucoperiosteal flap was raised in the maxillary anterior
region followed by the extraction of incisors. The management of
the lesion was done with enucleation of tumor (Fig. 2b).
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Figure 1: Intraoral examination showing soft fluctuant swelling
extending in the maxillary anterior region, obliterating the buccal
vestibule

Figure 2: (a) Excisional biopsy specimen for histopathological
examination; (b) intraoperative image showing enucleation of tumor
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Figure 3: Photomicrograph with features suggestive of adenomatoid
odontogenic tumor

DISCUSSION

The AOT is a slow-growing and relatively rare lesion, constituting
only 3% of all odontogenic tumors and 0.1% of jaw tumors in
general with a predilection for the anterior maxilla (ratio 2:1
relative to mandible). It is usually associated with impacted
canines of females in the second decade of life [3,6-10]. AOT
is an uncommon cause of jaw swelling. The lesions are usually

asymptomatic but may be associated with cortical expansion.
The involved teeth are commonly impacted and adjacent teeth
may be slightly displaced [11]. Root resorption is not a usual
feature.

AOT is a benign, non-aggressive epithelial tumor that exhibits
slow but progressive growth and is derived from the epithelial
component of the tooth-forming tissues. None of the associated
teeth were described as morphologically defective [12,13].
Stafne originally suggested that the cell of origin was that of the
epithelium entrapped in the line of embryonic fusion, but the
current belief is that it originates from the odontogenic epithelium
of the dental lamina complex or its remnants [14].

Tumor has three clinicopathologic variants, namely
follicular, extrafollicular, and
peripheral. The extrafollicular type (24%) has no relation with an
impacted tooth, whereas the follicular type (73%) is associated
with an unerupted tooth and the peripheral variant (3%) is attached
to the gingival structures. Peripheral type (3%) usually presents
as a gingival swelling and often appears as small sessile masses
on the buccal maxillary gingiva. Clinically, these lesions cannot
be differentiated from the common gingival fibrous lesion [7].

Radiographically, AOT has two variants, that is, follicular
and extrafollicular type. The follicular variety shows a well-
defined, unilocular (round or ovoid) radiolucency associated
with either the crown of the tooth, the root, or the whole
tooth [15]. It may mimic a dentigerous cyst or, in the presence
of scattered radiopacities, a calcifying epithelial odontogenic
tumor. In the presence of the radiopaque foci, the differential
diagnosis should also include fibrous dysplasia, Pindborg
tumor, ameloblastic fibroma, and dentinogenic ghost cell
tumor. Hence, radiographic differentiation of such odontogenic
lesions becomes a difficult task. Diagnosis can be established by
careful analysis of the site of the lesion, its borders, the effect
of the lesion on adjacent structures, cortical expansion, cortical
erosion, root divergence, root resorption, and calcific bodies in
radiographs.

Histologically, all variants of AOT show a consistent
and identical picture. They are characterized by odontogenic
epithelium with duct-like structures with varying degrees of
inductive changes in the connective tissue [5]. Dystrophic
calcification, osteodentin, and cementum-like substances have
been reported by some authors, whereas the occurrence of enamel
matrix is extremely rare [5].

Due to its benign behavior, slow growth, and well-encapsulated
delimitation, the treatment of choice is conservative surgical
enucleation and simple curettage. However, in exceptional cases
of large tumors or risk of bone fracture, partial resection or en
bloc of the mandible or maxilla has been indicated. Conservative
treatment is adequate because tumor is not locally invasive, is
well encapsulated, and can be easily separated from the bone. The
surgical specimen may be solid or cystic. The recurrence rate is
as low as 0.2%. In this case, enucleation was done along with the
extraction of the maxillary central and lateral incisors. Follow-up
after the surgery was done and no recurrence was noted after
6 months.
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CONCLUSION

AOTs are usually asymptomatic lesions that sometimes may
cause cortical expansion and displacement of the adjacent teeth.
The rarity and slow-growing nature of the lesion makes it difficult
to diagnose. Early diagnosis by the dental surgeon is mandatory
when clinical signs are suggestive of AOT, and early enucleation
prevents excessive destruction of bone.
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