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Dear Editor,

Adenomatoid odontogenic tumor (AOT) is a benign non-aggressive lesion with slow but
progressive growth and no tendency of recurrence, arising from odontogenic epithelium of the
enamel organ and representing about 1 to 9% of all odontogenic tumors (Lee and Kim, 2013). The
age ranges between 3 and 82 year of age and in more than 80% of cases it affects young people
between 10-29 years old, with a female-male ratio of 1.9:1 (Philipsen and Reichart, 2007).

We report a case of 15-year-old Mexican female patient with a chief complaint of 2 missed
permanent teeth in the right anterior maxillary region. Extra-oral examination showed no
remarkable findings, whereas an intra-oral examination exhibited an asymptomatic class III molar
occlusion and absence of maxillary right lateral incisor and canine with a deviated midline, without
any swelling in the gingival fornix (Fig. 1A). No lesions in oral-pharyngeal soft tissues were
detected. The patient was otherwise healthy with no systemic disease and denied taking any
medications at the time of visit, as well as smoking or drinking habits.

A cone beam computed tomography exam of maxillary region showed a hyperdense lesion
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surrounded by a hypodense region, located between the crown of the right impacted canine and the
right upper impacted lateral incisor. The tumor measured 13.2 x 14.4 x 19.5 mm showing no signs
of cortical erosion and was located adjacent to the anterior wall of the right maxillary sinus and
nasal lateral wall (Fig. 1B).

An excisional biopsy of the lesion was performed (Fig. 1C) and the histopathological evaluation
revealed an island of duct-like pattern of cuboidal ephitelial cells, the nuclei of which are polarized
away from the central lumen surrounded with conective tissue stroma (Fig.1D).

Fig. 1. A) Absence of right maxillary lateral incisor and canine and right deviation of mid-line; B)
Three-dimensional reconstruction of maxillary right region shows a well defined
hyperdense image located between the crown of the right upper impacted canine,
surrounded by hypodense halo, and the right lateral impacted incisor; C) Surgical access
with exposure of the lesion before its complete excision; D) Histopathological examination
exhibits odontogenic epithelial cells islands forming tubular structures in a scant connective
tissue stroma. The duct-like structure is lined by a single row of cuboidal epithelial cells,
whose nuclei are polarized away from the central lumen, and contain amorphous
eosinophilic material (H&E 40x).
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The entire lesion was enucleated along with a removal of the right impacted maxillary canine due to
its malposition and poor prognosis in the reinstatement on the dental arch. Conversely, the right
upper impacted lateral incisor was preserved for an orthodontic repositioning. Patient was
discharged with domiciliary therapy of amoxicillin/clavulanate 875/125mg every 12 hours for 8
days and analgesic therapy with ketorolac 10 mg 1 tablet every 8 hours for 5 days.

At 4 months of follow-up, a complete healing of surgical site was obtained (Fig. 2A) and a
panoramic radiograph showed an almost complete resolution of the void left after surgery and
orthodontically slow reposition of the right upper lateral incisor (Fig. 2B).

Fig. 2. A) Four months postoperative intraoral image; B) Panoramic radiograph view shows
maxillary alveolar bone with no signs of lesion.
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AOT has three clinico-topographic variants: 1) follicular, 2) extrafollicular and 3) peripheral
(Philipsen and Reichart, 1999). The most frequent variant is the follicular intraosseous one (71%),
which is usually related to an unerupted permanent tooth, whereas the extrafollicular variant may
occur in the radicular/periapical region, in the intera-radicular region or in a region not adjacent to
any tooth (Philipsen and Reichart, 1999) and can be rarely associated with an ameloblastoma or
preexisting odontogenic cystic lesions (Jivan et al, 2007). The peripheral variant is the less frequent
(4.4%) (Philipsen and Reichart, 1999) and is usually observed as an expanding gingival lesion
affecting the fornix and the alveolar ridge (Prasad et al, 2011).

Clinically, AOT is usually asymptomatic and characterized by the absence of a permanent tooth in
the dental arch, and a variable increase in volume in the affected region, that can even destroy
adjacent structures (Dhupar et al, 2016). Radiographically most AOTs appear as unilocular images
with smooth borders, that surround greater portions of the impacted teeth, usually displacing
(75%) and rarely resorbing roots (12.5%) (Chindasombatjaroen et al, 2012). Such lesions may
extend apically beyond the cement-enamel junctions or enclose the entire teeth, exhibiting either a
radiolucent picture with no calcification (50%) numerous radiopaque foci either dispersed or
clustered in the radiolucency (50%) (Chindasombatjaroen et al, 2012).

Differential diagnosis may include other cystic lesions and tumors of the jaw region, such as
ameloblastoma, dentigerous cyst, calcifying odontogenic cyst and odontoma (Rick, 2004). Due to its
benign biological behavior with slow growth and rare recurrence, the first line of treatment
includes conservative surgical enucleation or curettage (Philipsen and Reichart, 1999).

Histologically, AOT is characterized by solid nodules of lineal cuboidal o columnar cells surrounded
minimal stroma, in the spaces between the epithelial nodules has a spindle-shaped or polygonal
cells, whereas in the cellular areas a tubular or duct-like structures forming lumens that can be
empty or filled with hyaline eosinophilic material or cellular debris (Philipsen and Reichart, 1999).

The odontogenic adenomatoid tumor is mainly localized in the maxilla with 64.3% of cases
reported versus 37.5% in the mandibule (Philipsen and Reichart, 2007). It is frequently associated
with an impacted tooth, mainly canine, described in more than 60% of cases (Lee and Kim, 2013),
and, very rarely, with third molars reported in only 2.8% of cases (Philipsen and Reichart, 2007).
Similarly, multiple inclusions of permanent teeth seem to be quite rare and have been reported only
in the mandible (More et al, 2013; Jain and Oswal, 2014; Sharma et al, 2012). Therefore, this case
appears unique as it describes for the first time a maxillary case of AOT associated with two
impacted teeth.

It is important for oral medicine specialists and general dentists to examine patients in the absence
of more than one tooth in the maxilla as well as in the mandible, with imaging support study and
histopathologic evaluation. Both of them are vital in order to establish an early diagnosis and,
subsequently, the most appropriate treatment plan. The aim is to avoid an excessive bone loss and
possibly preserve the involved impacted teeth in order to orthodontically restore patient's natural
dentition and occlusion.
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