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Case Report

An Unusual Case of Adenomatoid Odontogenic Tumor Associated
with Dentigerous Cyst

Abstract

Adenomatoid Odontogenic Tumor (AOT) is an uncommon, hamartomatous, benign, epithelial lesion of
Odontogenic origin that was first described by Dreibaldt in 1970, as a pseudo adenoameloblastoma. The
present World Health Organization (WHO) classification describes AOT as being composed of the Odontogenic
epithelium in a variety of histoarchitectural patterns, embedded in a mature connective tissue stroma, and
characterized by slow but progressive growth. It occurs in both intraosseous and peripheral forms. Generally
recurrence is very rare. The present case reports a 32 yr old male patient who presented with a chief complaint
of swelling in the lower anterior region. On examination permanent lower right and left canine were missing
with over retained lower right lateral incisor. Radiograph revealed a well defined unilocular radiolucent area
in association with the lower anterior teeth. The lesion was excised along with the lower associated teeth and
histopathological reports suggested AOT with the Dentigerous Cystic lining.
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Introduction

AOT is an epithelial tumor with an inductive
effect on Odontogenic ectomesenchyme. It can
be easily distinguishable from the classic
intraosseous, infiltrative ameloblastoma. It was
first described by Dreibaldt in 1907, as Pseudo-
adenoameloblastoma and first reported by
Harbitz in 1915 as a Cystic adamantinoma.[1]
Philipsen and Brin[2] introduced the term
Adenomatoid Odontogenic Tumor, which

was accepted by WHO classification in
1971.[3] According to the second edition of
WHO, AOT is defined as “A tumor of
Odontogenic epithelium with duct like
structures and with varying degrees of
inductive change in the connective tissue. The
tumor may be partly cystic, and in some cases
the solid lesion may be present only as masses
in the wall of a large cyst”.[4] The AOT
appears in three types; 1) Follicular, 2) Extra
follicular and 3) Peripheral. Follicular and
Extra follicular type occurs within the bone
or central variety which accounts for 97% of
all AOT.[5] Adenomatoid Odontogenic Tumor
is also called “two-thirds tumor”, since 2/3rd

of the tumor occurs in maxilla, 2/3rd occur in
young females, 2/3rd of the tumor is associated
with unerupted teeth and 2/3rd of the cases
the affected teeth is canine.[6] AOT are benign
and present a very low recurrence, making it
unnecessary to carry out extensive and
aggressive surgery. The surgical management
of this tumor would be enucleation along with
the associated impacted tooth.[5] Very few
cases have been described that arise in
association with dentigerous cyst. A systemic
research of the English language medical
literature revealed only seven such cases and
only four cases of its occurrence in the
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maxillary sinus. We present a case of AOT
associated with dentigerous cyst in the
maxillary canine region.

Case report

A 32 yr old male patient came with the chief
complaint of swelling in the lower anterior
region. Intra oral examination revealed
swelling which was measuring 3x3 cm,
spherical in shape and extending from lower
primary left canine to lower primary right
canine region. The permanent right and left
canine were missing along with the presence
of over retained primary lateral incisor (Figure
1). Radiograph revealed a well defined
radiolucent area in association with lower
anterior teeth. The permanent right and left
canine were impacted (Figure 2). The tumor

was excised along with the associated and
impacted tooth and the area was sutured. The
specimen was put for histopathological
examination. The H & E section revealed a
well defined connective tissue capsule
surrounding the lesion proper along with a
thin cystic lining. The cystic lining was
composed of 2-4 layers of epithelial cells
resembling reduced enamel epithelium. The
lesion proper showed duct like spaces lined
by cuboidal cells. Other areas showed rosette
like pattern and islands composed of spindle
shaped cells. The connective tissue capsule
revealed haphazardly arranged collagen
fibers, few chronic inflammatory cells and
blood vessels (Figure 3 & 4). The diagnosis of
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Figure 1: Intra oral view

Figure 2: Orthopantamogram showing
large radiolucent area

Figure 3: Thin cystic lining surrounding
the lesion proper

Figure 4: Duct like structures and rosette
pattern
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Adenomatoid odontogenic tumor associated
with dentigerous cyst was given.

Discussion

Adenomatoid odontogenic tumor is a slow
growing lesion, constituting only 3% of all
odontogenic tumors[7] and 0.1% of tumors of
jaws[8] in general with a predilection for the
anterior maxilla (ratio 2:1 relative to mandible)
usually associated with impacted canine of
young females in the second decade of life. In
our case the lesion occurred in the anterior
mandible associated with lower anterior teeth
in a male patient in his third decade of life
which is unusual. The origin of AOT is
controversial. Some believe they originate
from the odontogenic epithelium of a
dentigerous cyst. Santos et al.[9,10]  reported
a case of AOT being developed in the fibrous
capsule of the dentigerous cyst. Garcia Pola et
al.[10,11] described the proliferation of an
AOT in the epithelial border of a dentigerous
cyst. Cassiano Francisco Weege et al.[9]
reported a case of AOT associated with
dentigerous cyst. The benign (hamartomatous)
non-invasive AOT appears in 3 clinic
topographic variants: 1) Follicular, 2) Extra
follicular and 3) peripheral. Follicular and
extra follicular variants are both intra-bony
or central tumors and account for 97% of all
AOTs of which 73% are of the follicular
type.[5] The peripheral forms of the tumor are
encountered very rarely. They usually appear
as small sessile masses on the facial gingival
of the maxilla. Clinically these lesions cannot
be differentiated from the common gingival
fibrous lesions.[12] In the present case AOT
and dentigerous cyst are found in the same
lesion. Very few cases have been described
that arise in association with a dentigerous
cyst. A systematic search of the English
language medical literature revealed only
seven such cases, and only four cases of its
occurrence in the maxillary sinus. The
hypothesis that follicular AOTs arise from the
reduced enamel epithelium (REE) that lines
the follicles of unerupted teeth is fairly

conclusive and is supported by evidence that
is both morphological and immuno-
cytochemical in nature. They surround the
crowns and are attached to the necks of
unerupted teeth in a true follicular
relationship. Many present as cystic lesions
with only mural nodules of AOT lesional tissue
and, in some instances, origin of the lesional
tissue from the REE can be demonstrated
histologically. Whether origin of the follicular
variant occurs before or after cystic expansion
has taken place is open to discussion. If it occurs
after cystic expansion, then this effectively
means origin from a dentigerous cyst, and
several such case reports have been
published.[10,13,14] If it occurs before cystic
expansion, then the tumor tissue will fill the
follicular space and the AOT will present as a
solid tumor. Because of its low tendency to
recur the tumor was enucleated surgically
along with the associated and the impacted
tooth.
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