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Abstract  The Adenomatoid Odontogenic Tumour (AOT) is a progressively
growing asymptomatic benign non-invasive lesion. A rare subvariant of the
extrafollicular type of AOT may mimic periapical disease radiographically. We
report a 45-year-old male with a periapical radiolucent lesion affecting maxillary
central incisor tooth. Initially suspicious of periapical pathology, although clinical
findings seemed to indicate a nonendodontic cause. The lesion was surgically
explored and histopathological examination revealed the presence of AOT. This
particular subvariant is very rare indeed, as available literature only 8 cases have
been reported.
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Introduction

Adenomatoid Odontogenic Tumour
(AOT) is a relatively uncommon distinct
odontogenic neoplasm that was first
described by Steenland in 1905 [1].
Steenland’s report from 1905 of
‘Epithelioma adamantinum’ represents the
earliest publication of an AOT [2].
However, a variety of terms have been
used to describe this tumour. Unal et al.
produced a list containing all
nomenclatures for AOT reported in the
literature. Many different names like
adenoameloblastoma, ameloblastic
adenomatoid tumour, adamantinoma,
epithelioma adamantinum or teratomatous
odontoma have been used before to define
the lesion currently called AOT. Pindborg
JJ et al. 1971 reported that Philipsen and
Birn [3] introduced the above term (AOT),
which adopted by the WHO classification
in 1971.

Adenomatoid Odontogenic Tumour
(AOT) is a progressively growing benign
non-invasive lesion accounts for 2.2–13%
of all odontogenic tumours. AOT usually
affects young patients, mostly during their
second decade of life. There is a slightly
higher tendency to affect females.

Male : female ratio 1:2 [4].
The benign non-invasive AOT appears

in 3 variants:

1. Follicular, 2. Extrafollicular,
3. Peripheral types.

Follicular and extrafollicular variants
which accounts for 97% of all the AOT’s
are both intrabony and central tumours.
Follicular type forms the majority in the
intrabony type. The extrafollicular variant
is not associated with an unerupted tooth
like the follicular variant. The unilocular
radiolucency in extrafollicular variant is
found between, above, or superimposed on
the roots of erupted teeth. This atypical
subvariant mimics periapical lesion and
usually located palatal to the involved tooth
[3]. It has been theorized that the complex
system of the dental laminae or its remnants
is the likely origin of the AOT mimicking a
periapical radiolucent lesion of the
maxillary incisor area [5].

Case report

A 45-year-old male patient reported to Oral
Medicine Clinic of our Institute with a
complaint of 10 months old asymptomatic
swelling in his left periapical region of the
jaw which was gradually increasing and
attained the present size (Fig. 2). Intra-oral
clinical examination revealed a firm, non
fluctuant and non tender sessile,
predominantly normally colored, smooth
surfaced, 2 cm swelling associated with the

left maxillary central incisor. Tooth did not
show any coronal pathologic condition and
electric pulp testing did not show any
response which proved the tooth to be non
vital. Patient’s medical history was
noncontributory. Occlusal radiograph (Fig.
3) showed a well-defined, round to oval
radiolucent lesion involving the periapical
area of left maxillary central incisors.
However the lamina dura related to the
affected tooth was interrupted. Periapical
pathology was considered and a differential
diagnosis of radicular cyst was considered
and advised surgical excision of the lesion.
An exploratory surgical approach was
chosen. Under local anesthesia,
mucoperiosteum flap was reflected, cortical
bone was perforated and a solid, noncystic
tissue mass was removed. Perforation of the
facial bone plate by the lesion was not
observed during the surgical procedure.
Excised specimen was sent for
histopathologic examination which proved
to be an AOT. Healing was uneventful,
histologically a typical lesion composed of
odontogenic epithelial cells arranged in
ductal pattern. A capsule surrounding these
cells is also seen (Fig. 4) and odontogenic
epithelial cells arranged in ductal forms.
The presence of eosinophilic coagulum and
proliferation of spindle cells are evident.
Highly cellular fibrous stroma is also seen
which typically suggested AOT (Fig. 5). A
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Fig. 1  Radiographic appearance of
Adenomatoid odontogenic tumour (AOT)
Intraosseous variants

F: Follicular type: The tumour is located
around the crown and often as shown here
including part of the root of an unerupted tooth
E1–E4: Extrafollicular types

E1: Without relation to tooth structures
neither erupted nor unerupted

E2: Inter-radicular; adjacent roots diverge
apically due to tumour expansion

E3: Superimposed at root apex level
(radicular/periapical)

E4: Superimposed at mid-root level.
Extraosseous variant

P: Peripheral or epulis type (with slight
erosion of bone)

Courtesy: H.P. Philipsen, P.A. Reichart/
Oral Oncology 35 (1998) 125 -13.

Fig. 6  Postoperative appearance of the
surgically explored site after 6 months

Fig. 2  Intra-oral swelling in the labial
vestibule in relation to left maxillary central
incisor

Fig. 3  An occlusal radiograph showing well
defined radiolucency at the periapical area of
left maxillary central incisors

Fig. 4  Photomicrograph showing typical
lesion composed of odontogenic epithelial
cells arranged in ductal pattern. A capsule
surrounding these cells is also seen

Fig. 5  Photomicrograph showing odontogenic
epithelial cells arranged in ductal forms. The
presence of eosiniophilic coagulum and
proliferation of spindle cells is evident.
Highly Cellular fibrous stroma is also seen

six month follow-up was done which
showed normal bone healing (Fig. 6).

Discussion

In the reported case of AOT the clinical,
radiographic, and surgical features show
that it was located within the periapical
region of left maxillary central incisors. The
benign (hamartomatous) noninvasive AOT
appears in 3 clinicotopographic variants:
follicular, extrafollicular, and peripheral
[6]. Radiographical representation of these
variants are shown in the Fig. 1 as follows.

Follicular variety is associated with
unerupted teeth. The extrafollicular type is,
on the other hand, not associated with an
unerupted tooth and a well defend, unilocular
radiolucency is found between, above or
superimposed upon the roots of erupted,
permanent teeth. These locations often lead
to the preoperative, tentative diagnosis of a
residual, radicular, globulo-maxillary or
lateral periodontal cyst depending on the
actual intraosseous site of the lesion. The

current case had a classic feature of periapical
variant of extrafollicular AOT. Philipsen HP
et al. (2002) stated a case report of periapical
variety of AOT along with the supported
literature of 7 cases [6]. Growth of the
intrabony variants commonly results in
cortical expansion. Displacement of
neighboring teeth due to tumour expansion
is much more common than root resorptions.
Radiographically reported case neither was
causing bone expansion nor resorption. The
peripheral variant appears as a gingival
fibroma or epulis attached to the labial
gingiva. This type of AOT may show slight
erosion of the alveolar bone crest but
radiographic changes are often difficult to
detect [8].

It is some time referred to as two
thirds tumour because about two thirds
occur in maxilla, two thirds occur in

young women (preteen and teenage
years) but both was not present in our
case which was unique, two thirds are
associated with and unerupted tooth and
two thirds of those teeth are canine
teeth. The two thirds statistics vary
slightly but the rough distribution is
accurate [9].

Since the Adenomatoid Odontogenic
Tumour (AOT) is a benign tumour that
presents with a non-aggressive,
progressive growth, small frequency of
recurrence, absence of invasion, and the
frequent presence of a connective tissue
capsule, the treatment should consist of
enucleation and curettage [10]. In this case
surgical enucleation was carried out after
reflection of an mucoperiosteal flap.
Enucleation was achieved by separation
of the lesion from bone without
perforating the capsule.

Conclusion

The fact that this particular subvariant is
very rare indeed makes this case a special
one. Adequate diagnostic procedures and
accurate interpretation of clinical and
radiographic findings may result in an
appropriate diagnosis, which otherwise
may result in unnecessary endodontic
treatment.
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