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Abstract

Introdouction:

Dentigerous cyst is a benign developmental
lesion of the jaw. It is most commonly occurs
during the second and third decades of life and
has rarely been reported in association with a
deciduous tooth. We report a case of two-year
old girl who presented with an unerupted cen-
tral incisor. According to the radiographic find-
ings, she was diagnosed with a dentigerous cyst
and underwent surgical enucleation. The final
diagnosis was confirmed by histopathological
analysis. We briefly discussed the characteristics
of similar cases.
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In May 2009, a two-year seven-month old girl
was presented to our dental clinic with the chief
complaint of an unerupted lower incisor. She
was born from a triplet pregnancy with healthy
siblings. Her past medical and dental histories
were unremarkable and she appeared healthy
with normal development. Her extra- and
intra-oral examinations were normal, except for
an absent lower left central incisor (Figure 1).
There was no mucosal swelling or redness in the
region. The adjacent incisors had erupted and
their alignment appeared normal. Radiograph-
ic examination of the region revealed a well-
defined, unilocular radiolucency surround-
ing the crown of the unerupted central incisor
(Figure 2). Based on the clinical examination
and radiographic findings, the patient was ini-
tially diagnosed with dentigerous cyst (DC) and
surgical enucleation of the lesion was advised.
However, her parents refused the surgery and the
patient was followed for two years. In the fol-
low-up visits, there was no new complaint and
the extra- and intra-oral examinations were the
same as on the initial visit.

A follow-up radiographic examination was con-
ducted, revealing a calcified fleck adjacent to the
lesion (Figure 3).According to the radiographical
findings, the differential diagnoses were DC, cal-
cifying odontogenic cyst and odontoma. In June
2011, surgical enucleation was discussed with
the parents and they consented to the treatment.
The patient underwent surgery under general
anesthesia and the cyst, along with the associated
tooth, were removed and sent for histopathologic
examination.

In gross examination, the specimen measured
9*9*4 mm?® and consisted in a cream-yellow tis-
sue with soft texture, attached to the tooth. Mi-
croscopic examination of the hematoxylin and
eosin stained sections revealed a cystic lumen
with a thin layer of non-keratinized odontogenic
epithelium and a fibromyxoid stroma (Figure 4).
No evidence of inflammation or calcified mate-
rial was noted and the diagnosis of DC was con-
firmed. The short-term post-operative period was
uneventful. Unfortunately, the patient was lost in
the long-term follow-up period. At the final fol-
low-up visit, we obtained written informed con-
sent from the parents of the child.

Figure 1. The intra-oral view, showing the missing deciduous central incisor and nor-
mal mucosa without noticeable expansion.
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Figure 2. Periapical radiograph of the mandibular incisors, showing a well-defined, corticated pericoronal
radiolucency associated with the left central incisor.
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Figure 3. The two-year follow-up radiograph showed no explicit expansion. Small opacity was present on
the lateral wall of the lesion.
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Figure 4. Photomicrograph of the lesion showing the odontogenic epithelial lining with adjacent loose
connective tissue (H & E, original magnification, x100).
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Discussion

Dentigerous cyst (DC) is one of the most com-
mon odontogenic pathologies of the jaw and ac-
counts for nearly 20.1% of these lesions.!” DC
is most commonly associated with mandibular
third molar.?® Despite the developmental origin
of DC, its occurrence in association with decidu-
ous teeth is extremely rare. Here we report a case
of DC associated with an unerupted deciduous
incisor in a two-year old girl.

DCs are extremely rare during the first decade
of life and most reports have shown that patients
in this age group account for less than 10% of
all cases.**® The presented patient was unique
for her age in the association of the lesion with a
deciduous tooth and the location of the cyst.
There is an extensive body of literature concern-
ing the pathogenesis, diagnosis and treatment of
DC associated with permanent teeth. However,
research on DC in deciduous teeth is limited to a

few case reports.

In the review of the literature, we found nine
pediatric case reports of DC in association with
deciduous teeth (Table 1).¢'® Unerupted tooth
and painless swelling were the most common
presentations of DC among the reported cases. To
the best of our knowledge, the youngest reported
case was a six-week old female who presented
with a maxillary swelling during early days of
infancy and was diagnosed with DC associated
with the supernumerary maxillary left lateral
incisor.” DC of the deciduous tooth has also been
reported in association with a number of other
conditions, including fetal alcohol syndrome
and odontoma.!"-'¥ Also of note, deciduous mo-
lars were the most commonly-affected teeth in
abovementioned case reports. Accordingly, our
case is one of the youngest reports of DC associ-
ated with a deciduous tooth and the only one in
association with a mandibular incisor.

Table 1. Characteristics of the reported cases of dentigerous cyst associated with a deciduous tooth

Gender Presentation

Author (year)

Age

Our case Female 2 years, 7 Unerupted tooth
months

Morishita et al. Male 2 years, 9 Unerupted tooth,

(2010)° months maxillary
swelling

Vucicevic Male 6 weeks Maxillary

Boras et al. swelling

(2007)’

Nukata et al. Male 4 year, 11 Unerupted tooth

(1999)3 months

Miki et al. Male 1 year, 9 Unerupted tooth,

(1996)° months swelling

Kusukawa et  Male 2 years Unerupted tooth,

al. (1992)° swelling

Motokawa et  Female 3 years unerupted tooth

al. (1990)"

Kishimoto et ~ Male 5 months Mandibular

al. (1988)!2 swelling

Rosenlichtet  Male 8 months Mandibular

al. (1979)" swelling

Yamanaka et  Male 7 year Unerupted tooth,

al. (1977)"4 mandibular
swelling

Associated Associated treatment
condition deciduous
tooth
) Mandibular left Enucleation
central incisor
Maxillary 2nd ~ Marsupialization
- molar
Maxillary left ~ Observation
Supernumer- .7
lateral incisor
ary tooth
: Mandibular Enucleation
2nd molar
) Mandibular left Marsupialization
canine
) Maxillary 2nd  Marsupialization
molar
Odontoma Maxillary 2nd ~ Marsupialization
molar
Mandibular 1st Marsupialization
. molar
Fetal alcohol =~ Mandibular Marsupialization
syndrome,  molar
several
maxillofacial
anomalies
. Mandibular Enucleation
Past history of Ynd molar

facial trauma
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In conclusion, !espite t!e low inci!ence of DC

in early childhood, it should be considered as a
potential diagnosis in patients with unerupted
tooth, since early treatment is necessary to avoid
complications.

In approach to the patients with DC, plain radiog-
raphy is often sufficient for the initial diagnosis.
As of the present case, the typical radiographic
presentation of DC is a well-defined unilocular
cyst associated with the crown of an unerupted
tooth.®> 3 ' However, there are other lesions,
such as keratocystic odontogenic tumor and uni-
locular ameloblastoma, which may resemble the
radiographic appearance of DC.!©
Accordingly, despite the critical role of imag-
ing studies, histopathologic examination of the
lesion is necessary to confirm this diagnosis. In
the present case, there was a small radio-opacity
adjacent to the lesion in the follow-up radio-
graph. Considering the absence of calcification
or other lesions in the histopathologic examina-
tion, this opacity is likely due to a dense bony
trabeculation.
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