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Abstract

The Adenomatoid Odontogenic Tumor presents in low
frequency and is originated from epithelial rests, specifically
from the dental lamina, and shows similar characteristics
to a wide variety of pathologies. It is a benign non-invasive
lesion that can be manage by conservative treatment.
Thus, is important to recognize and differentiate it from
other pathologies that required more aggressive surgical
treatment. The objective of the present article is to report a
case of an Adenomatoid Odontogenic Tumor along with its
common features.
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Introduction

Odontogenic Tumors are a group of heterogenous
uncommon lesions that affect maxillary and mandibular
osseous tissue, due they originate from mesenchymal
and/or epithelial components from the odontogenesis.
OT are lesions that present a wide variety of clinical
and histopathological features, developing from
hamartomas to malignant lesions [1,2].

The AOT was first described more than 100 years
ago by Harbitz as “cystic adamantoma”. Since then, it
has received multiples denominations until 1969 when
the World Health Organization accepted the term “Ad-
enomatoid Odontogenic Tumor” proposed by Philipsen
and Birn [3]. The WHO defines it as a tumor composed
of odontogenic epithelium in a variety of histoarchitec-

tural patterns, embedded in a mature connective tis-
sue stroma and characterized by slow but progressive
growth [4].

The AOT is the fourth more common odontogenic
tumor, appearing in 2-7% of cases [5,6]. It arises from
odontogenic epithelium, which indicates it could
originate from the enamel organ, reduced enamel
epithelium, Mallasez rests or dental lamina rests, being
this the most accepted theory [7]. Establishing this
pathology as a hamartoma or a neoplasm is reason of
great controversy.

Some authors name the AOT as the “two thirds
tumor” because two thirds of the cases present in the
anterior maxilla, in women, associated with an included
tooth of which two thirds is the canine and two thirds
of the intraosseous type present radiopacities within
the lesion. Tooth resorption is rare; although, cortical
expansion and adjacent tooth displacement are
regularly seen [8-10].

Three types differentiate according to the location:
Follicular and extrafollicular which are differentiated
radiographically and peripheral which is observed only
clinically [3]. The differential diagnosis with other pa-
thologies such as ameloblastoma and keratocyst is im-
portant due to the aggressive treatment they required.
Conservative treatment is indicated for AOT because of
its low recurrence [6].

The aim of the present article is to report an Adeno-
matoid Odontogenic Tumor case, as well as describe its
more common features allowing correct diagnosis and
treatment.
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Case Report

An asymptomatic 17-year-old female presented to
the consult with facial asymmetry on the left side of
the maxilla. On the extraoral exploration, an increase
of volume of the left maxilla was observed, as well as
no change of the skin coloration. Intraorally, it was
crackling due to vestibular cortical expansion on left
maxilla, extending from the left lateral incisor to the left
molar region. Displacement of the left lateral incisor,
absence of the left upper canine and persistence of the
deciduous canine was also seen.

In the computed tomography was observed a 4 cm
hypodense, unilocular, well-defined and non-invasive image
located on the left maxilla. A hyperdense image, compatible
with unerupted left canine was noted within the lesion
(Figure 1), and displacement of the maxillary sinus.

Figure 1: Hyperdensity within unilocular well-defined
hypodense image on the left maxilla. View in a coronal
section.

Figure 2: Tumor exposure through vestibular incision.

The treatment, initially, consisted of an incisional
biopsy which histopathologic study reported the de-
finitive diagnosis of Adenomatoid Odontogenic Tumor.
Posteriorly, under general anesthesia, enucleation and
curettage was performed as definitive treatment (Fig-
ure 2 and Figure 3).

At 4-year follow-up, the patient showed no signs of
clinical or imaging recurrence (Figure 4).

Discussion

The AOT is an uncommon tumor that originates from
the odontogenic epithelium; specifically, from the rests
of the dental lamina, which are found in bone, mucosa
and the gubernaculum canal. There are three variants
depending on the location: follicular, extrafollicular and
peripheral [7,11].

The intraosseous variants (follicular and extrafollicu-
lar) correspond to 96% of the cases [12]. The follicular
variant is associated to the gubernaculum canal, which

Figure 3: Enucleationy curettage.

Figure 4: Image in a coronal section shows no sign of
recurrence.
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contains a fibrous band with rests of the dental lami-
na, connecting the peri coronal follicle of a permanent
tooth with the alveolar mucosa. In occasions, the rests
of the dental lamina from the deciduous teeth can mi-
grate within de gubernaculum canal [3,7]. The extrafol-
licular variant is associated to rests of the dental lamina
that remained in the bone after the development of the
deciduous germ [7]. The peripheral variant is associated
to rests of the dental lamina in the alveolar mucosa and
is seeing clinically as a gingival overgrowth [11,13].

Radiographically, the intraosseous variants share
some features as well-defined radiolucency with
small radiopacities, adjacent tooth displacement, size
usually no more than 3 cm; root resorption and cortical
perforation are rare [12]. Despite their similarities, the
follicular type is associated to an included tooth, being
the canine the more frequent; while the extrafollicular
type is not associated to an included tooth and can
appear between, above, below or superimposed to the
roots of permanent teeth [10]. In suspicion of presence
of AOT, periapical radiography shows better the calcified
deposits within the lesion [8,13].

Clinically, is an expansive and painless lesion that
usually displace adjacent teeth. It is a slow growing
lesion that shows facial asymmetry when growth
is considerable [14]. In some case reports, facial
asymmetry caused by growth of the tumor has been
compared to an ameloblastoma [15-17].

Classify the AOT as a hamartoma [8,11,18] or as a
non-aggressive, non-invasive neoplasm [5,13,19] has
generated great controversy. By definition, a neoplasm
has unlimited potential for growth; while, the hamar-
toma has limited potential for growth and is a develop-
mental anomaly with tissue differentiation [13].

The differential diagnosis of the AOT depends on the
variant found. The peripheral variant is differentiated
only with gingival pathologies such as epulis and gin-
gival fibroma. The diagnosis is purely histopathological
[8,13]. As most of the cases of the AOT are associated
to an unerupted tooth, the differential diagnosis most
include the dentigerous cyst; nonetheless, when the
radiolucency exceeds the cementum-enamel junction
it has to be ruled out [10,19]. Because of the small ra-
diopacities within the lesion, the epithelial odontogen-
ic tumor and the epithelial odontogenic cyst should be
considered [14]; as well as the ossifying fibroma and ce-
mento-ossifying fibroma. Presenting as a unilocular ra-
diolucency it could appear as an unicystic ameloblasto-
ma. On the other hand, though rare, the AOT can pres-
ent as a multilocular radiolucency, hence the keratocyst
and ameloblastoma most be contemplated [10].

Conservative surgical management consisting of
enucleation and curettage is the treatment indicated
because of its low recurrence and favorable prognosis
[9,11,14].

Espinoza and Ortiz. Res Rep Oral Maxillofac Surg 2021, 5:050

Conclusion

The reported case presented the usual features
describe in the literature such as age (seventeen),
gender (feminine), anatomic region (anterior makxilla),
unerupted teeth (canine), slow growing, tooth
displacement and no root resorption. Nevertheless, the
size was bigger (4 cm). There was no recurrence after
conservative treatment. Identifying the features of this
tumor allows differentiating it from other entities that
required a different surgical management.
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