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Adenomatoid odontogenic tumor (AOT) is an epithelial
odontogenic tumor that is histologically characterized by
duct-like structures.1 AOT is predominantly diagnosed in
younger patients and rarely occurs in association with
dentigerous cyst.2,3 In this report, an unusual case of AOT
possibly arising from a dentigerous cyst in an elderly patient
was presented.

A 62-year-old male presented with a mandibular radiolu-
cent lesion discovered incidentally on routine dental radi-
ography. A panoramic radiograph showed a well-
circumscribed radiolucency surrounding the crown of the
unerupted right mandibular second premolar (Fig. 1A). No
calcifications were found within the radiolucency. The
radiological diagnosis was dentigerous cyst. Surgical
enucleationwas performedwith extraction of the associated
premolar. Histologic examination showed a cystic structure
containing a small intraluminal mass (Fig. 1B). The cystic
lining consisted of nonkeratinized stratified squamous
epithelium, as is seen in dentigerous cyst (Fig. 1C). The cystic
cavity was partially filled with a pool of blood (Fig. 1B), with
the effacement of the adjacent lining epithelium and a mild
inflammatory infiltrate in the fibrous cystic wall (Fig. 1D).
The intraluminal mass consisted of nodules of cuboidal or
columnar epithelial cells with duct-like structures charac-
teristic of AOT (Fig. 1E). Rosette-like structures were occa-
sionally found (Fig. 1F). No calcifications were detected
histologically. Immunohistochemically, the lining epithelium
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was positive for cytokeratin 19 (CK19) (Fig. 1G), which also
highlighted the duct-like structures in the intraluminal mass
(Fig. 1H). Vimentin was negatively expressed in the lining
epithelium (Fig. 1I) and the center of the nodules (Fig. 1J);
however, anastomosing strands at the periphery of the nod-
ules were positive for vimentin (Fig. 1J). A diagnosis of AOT
was made. The patient was followed up for 3 years after
surgery with no evidence of recurrence.

While most AOTs are diagnosed in the second and third
decades of life and are notably uncommon in patients older
than 30 years,1,2 the present AOT case occurred in an
elderly patient, making it difficult to reach a clinical diag-
nosis. Radiological features, such as the apical extension of
the radiolucency over the cementoenamel junction and fine
calcifications within the radiolucency, may help to differ-
entiate AOT from dentigerous cyst;2 however, no such
features were observed in the present case, resulting in a
radiological diagnosis of dentigerous cyst. These unusual
clinical and radiological manifestations support the
assumption that the present AOT case might develop from a
pre-existing dentigerous cyst.

The present case histologically showed a cystic struc-
ture with an intraluminal mass characterized by duct-like
structures. According to a recent study, calcifying odon-
togenic cyst (COC) can also show duct-like/cribriform
structures and intraluminal epithelial proliferation.4

Therefore, care is needed to distinguish AOT arising from
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Figure 1 Radiological, histologic, and immunohistochemical findings of an adenomatoid odontogenic tumor arising from a
dentigerous cyst. (A) A panoramic radiograph shows a well-defined radiolucent lesion surrounding the crown of the unerupted right
mandibular second premolar. (B) A low-power histologic image shows a cystic structure with an intraluminal mass. The cystic cavity
is partially filled with a pool of blood. (C) The cystic lining consists of nonkeratinized stratified squamous epithelium, indicative of
dentigerous cyst. (D) Adjacent to the blood pool, the lining epithelium is lost, and a mild inflammatory infiltrate is seen in the
fibrous cystic wall. The intraluminal mass consisting of nodules of epithelial cells shows duct-like (E) and rosette-like (F) structures,
characteristic of adenomatoid odontogenic tumor. Cytokeratin 19 is positive in the cystic lining (G) and highlights the duct-like
structures (H). Vimentin is negative in the cystic lining (I) but positive in anastomosing strands at the periphery of the nodules (J).
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a cyst with COC, which may be facilitated by identifying
the presence of ghost cells or dentinoiddthe characteristic
features of COC. According to a previous AOT study, CK19 is
strongly expressed in columnar ameloblast-like cells, and
1978
vimentin is negative in the center of solid nodules but
positive at the periphery;5 these immunohistochemical
profiles were identified in the intraluminal mass of the
present case.
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