
Abstract. – BACKGROUND: The adenoma-
toid odontogenic tumor (AOT) is a quite rare
odontogenic tumor, with an incidence rate of ap-
proximately 12 cases/year worldwide. Attenuated
familial adenomatous polyposis (aFAP) is a syn-
drome characterized by a significant risk to de-
velop colon cancer. The aim of the paper is to
describe a case never reported before in the lit-
erature: an AOT developed in a patient with
aFAP; moreover, we want to show how it appears
5 years after surgery and after the regeneration
of the eroded bone tissue, using the Platelet-
Rich Fibrin (PRF) as filling material.

CASE PRESENTATION: We report the case of a
female 18 years old patient, affected by aFAP;
she comes to us with a swelling on the right he-
mi-face. We performed several radiological ex-
ams, and they showed a neoformation approxi-
mately 2 cm in diameter: this neoformation
packed the upper right canine, therefore, we hy-
pothesized a dentigerous cyst.

We decided to proceed to open biopsy and
enucleation of the lesion. An intra-operative en-
dodontic treatment on the adjacent partially re-
sorbed teeth was also performed. Finally, we per-
formed a reconstruction of eroded bone tissue,
by use of Platelet-Rich Fibrin as filling material.

The samples fixed and embedded in paraffin
have led to the diagnosis of AOT. After 5 years
from the surgery, we did not find any clear sign of
relapse, in addition, the use of PRF has favored
an optimal osteogenesis at the surgical site.
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CONCLUSIONS: Undoubtedly, a correct diag-
nosis of AOT allows to have a more performing
clinical and surgical approach. Furthermore, this
case could document a new manifestation of
aFAP in extra-intestinal site.

The onset of an AOT is quite rare in the general
population, and this rarity could represent a criti-
cal point for its diagnosis; AOT onset in a patient
with aFAP is a finding that could represent a new
element of diagnosis and, therefore, the starting
point to perform a more effective therapy.
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Introduction

Odontogenic Tumors (OT) comprise a large
group of tumors: they differ among themselves
for histopathological1, for radiographic, clinical
behavior and for the different localization.

The Adenomatoid odontogenic tumor (AOT)
represents 3-10% of all the OT, with about 750
cases described to date in world literature, with
an incidence rate which indicates that approxi-
mately are discovered 12 cases/year worldwide2,
according to estimates made in the last 60 years3.
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Figure 1. Clinical appearance of the intraoral neoformation.

Figure 2. Pre-operatory panoramic X-Ray.

Figure 3. Pre-Operatory CT examination.
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some non-intestine related aFAP findings, such
as desmoid tumors and thyroid cancer4.

The aim of the paper is to describe a case of
AOT developed in a patient with aFAP, more-
over, we want to document the use of PRF in the
treatment of bone losses resulting from the eradi-
cation of tumor and we want to describe the clin-
ical and radiological condition of the patient, 5
years after the surgical treatment.

Case Presentation
We report the case of a female 18 years old pa-

tient: she comes to us with a swelling on the right
hemi-face, and this swelling persisted for several
months, even if the patient referred absence of
pain. On clinical examination there was a neofor-
mation with a hard consistency (Figure 1), not
painful, at the right side of the vestibular premax-
illa. During the anamnesis the patient referred
she is affected by attenuated familial adenoma-
tous polyposis (aFAP), diagnosed by means of
clinical and genetic analysis.

We performed Orthopanoramic and CT exams
(Figures 2, 3): from the images obtained, they

Attenuated familial adenomatous polyposis
(aFAP) is a syndrome characterized by a signifi-
cant risk to develop colon cancer. The average
age of colon cancer diagnosis in affected individ-
uals is 50 to 55 years, that is earlier than when
colon cancer typically occurs in the population.
In literature, up to now, no case of AOT was re-
ported in patient affected by aFAP, even if the re-
cent researches are more deeply investigating
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showed a neoformation approximately 2 cm in
diameter, with deformation of the vestibular cor-
tical bone.

This neoformation packed the upper right ca-
nine; therefore, we hypothesized a dentigerous
cyst. In fact, the clinical and radiological presenta-
tion was perfectly conform to a dentigerous cyst
diagnosis; however, in the light of the previously
referred syndromic condition, we were uncertain
about the accuracy of this clinical diagnosis.

The ultrasound examination of the left and right
laterocervical region showed no images related to
atypical lymph nodes along the course of the ves-
sels of the neck. The chest X-ray was negative. It
was decided, therefore, to proceed to open biopsy
and enucleation of the lesion. We performed a rad-
ical enucleation of the neoformation, and inside it
an impacted canine was discovered (Figure 4).
Then, we performed an intra-operative endodontic
treatment on the adjacent partially resorbed teeth
(1.2 and 1.4) (Figure 5) and, finally, a reconstruc-
tion of eroded bone tissue, by use of Platelet-Rich
Fibrin(PRF) technique5 (Figure 6). We performed

a reshaping of the original cortical bone and the
subsequent fixing, by means of devices for os-
teosynthesis (Utilità, type TRA-100)7. The samples
fixed and embedded in paraffin have led to the di-
agnosis of AOT: in the histological image, was ob-
served, in fact, the presence of odontogenic ep-
ithelium, with formation of follicles, and the pres-
ence of areas with spindle cells. Psammoma bod-
ies were also present.

The lesion showed complete clinical healing
about 1 month later, with the subsequent disap-
pearance of all signs and symptoms.
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Figure 4. The enucleated neoformation containing an im-
pacted canine inside it.

Figure 5. Intra-operative endodontic treatment of teeth 1.2
and 1.4.

Figure 6. Membranous PRF to be filled inside
the surgical site.

Figure 7. Intra-operative reshaping of the original cortical
bone, fixed with surgical screws.
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After 5 years from the surgery, we have re-
moved the screws fixed for osteosynthesis: dur-
ing the clinical and radiological control (Figures
8, 9), we did not find any clear sign of relapse. In
addition, the use of PRF has favored an optimal
osteogenesis at the site where 5 years before
there was a massive osteolysis, resulting from the
erosive action of the tumor mass.

Discussion

The clinical and radiographic finding that we
found in this case is perfectly comparable to
what is stated in the literature regarding the AOT
presentation1,6,7.

Adenomatoid odontogenic tumor is mainly ob-
served in young women, the most frequent site of
development is at the maxillary bone in canine re-
gion, with a ratio of 2/1 with respect to the
mandible3. The neoformation can be cystic, it is al-
so generally associated with an impacted tooth, so
as to simulate, both radiographically both clinically,
a dentigerous cyst. Undoubtedly, a correct diagnosis
allows to have a more performing clinical and sur-
gical approach. Furthermore, in those cases with a
massive osteolysis is necessary to promote the re-
placement of tissues by the use of PRF, which has
always been used in oral surgery to accelerate and
improve the processes of bone regeneration5,8,9.

This case report elicits a further element of
discussion. In fact, the patient is suffering from

aFAP; therefore, this case could document a
new manifestation of this pathological condition
in extra-intestinal site. Already other authors
have reported an association between aFAP and
desmoid tumors4, or between aFAP and thyroid
cancer4. Moreover, some cases have been de-
tected with association between FAP and the
onset of osteomas in maxillofacial region. How-
ever, even more interesting is what has been ob-
served in a study where it is reported the associ-
ation between FAP and some important dental
abnormalities, such as the presence of unerupt-
ed teeth, single or multiple dental agenesis, or,
the presence of supernumerary teeth. Finally, it
was found that patients with FAP showed an oc-
currence of dentigerous cysts in approximately
17% of the cases examined, while the percent-
age of occurrence in the general population
stands at around 2%10.

Conclusions

The diagnostic approach and treatment of
AOT are complicated, primarily because of its
rarity and secondly because it always should be
considered also all the other OT and cysts of
the jaw bones. However, through proper knowl-
edge of the epidemiology of this tumor,
through a extensive surgical eradication and
through the use of adjuvants of bone regenera-
tion, it may have a “restitution ad integrum“
without increasing the low risk of relapses that
characterizes this disease. Although the onset
of an AOT is quite rare in the general popula-
tion, the onset in a patient with aFAP is a find-
ing that could represent a new element of diag-
nosis and, therefore, the starting point to per-
form a more effective therapy.
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Figure 8. Clinical follow-up after 5 years from surgery.

Figure 9. X-Ray follow-up after 5 years from surgery.
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