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—— Abstract

pecially rare.

identification of a syndrome.

Dentigerous cysts generally encompass the crown of an unerupted tooth. These cysts are usually solitary.
They are the second most common odontogenic type of cysts following radicular cysts, and are frequently associ-
ated with impacted mandibular third molars or maxillary canines.

Most multiple cysts found in the jaw are odontogenic keratocysts associated with the nevoid basal cell carcino-
ma syndrome, mucopolysaccharidoses and cleidocranial dysplasia. Although a single dentigerous cyst is well doc-
umented in the medical literature, including the prevalence, treatment and prognosis, multiple dentigerous cysts
without any systemic symptoms is unusual. Furthermore, cases involving both the maxilla and mandible are es—

We present the case of an 11-year-old boy with nonsyndromic multiple dentigerous cysts associated with a

mandibular second premolar and a maxillary canine. The treatment was conservative and included marsupial-
ization and eruption guidance. Further follow up is planned to rule out additional problems and the possible

Key words : Odontogenic cysts, Dentigerous cyst, Basal cell nevus syndrome.

[. INTRODUCTION

By definition, a cyst is a pathological cavity that is
lined by epithelium and filled with fluid or semi-solid
materials”. Usually, the bone of the jaw has epithelium-
lined cysts that may result from the inclusion of epitheli-
um along embryonic lines of fusion”. Dentigerous cysts
are defined as cysts that originate from the separation
of the follicle around the crown of teeth not yet erupted®.
Single dentigerous cysts are the second most common
type of odontogenic cyst, following radicular cysts™®. The
etiology of these cysts is unknown. There is usually no
pain or discomfort associated with the enlargement of
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the cysts. However, the osmotic pressure that develops
causes continuous bony expansion. This results in
asymptomatic facial swelling, facial asymmetry or pares-
thesia of the inferior alveolar nerve'™.

The histopathological features of dentigerous cysts in-
clude a cavity lined by stratified squamous epithelium,
and occasional hyperplasia of the rete ridges in cases
with inflamed cysts. Because it can be difficult to dis-
tinguish a small dentigerous cyst from a normal or en-
larged dental follicle, based on microscopic features
alone, the diagnosis should be confirmed by radiology ex-
amination. A radiolucent space or lesions surrounding
the crown of 3 to 4 mm in diameter are consistent with
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the diagnosis of a dentigerous cyst.

Dentigerous cysts are usually solitary. In most cases
with multiple cysts of the jaw they are odontogenic ker-
atocysts associated with basal cell carcinoma: occasion-
ally, they are associated with syndromes such as mu-
copolysaccharidosis, cleidocranial dysplasia and
Maroteaux-Lamy syndrome. Multiple dentigerous cysts
are less common in patients who do not have a syn-
drome or a systemic disease. Furthermore, in the ab-
sence of a syndrome or systemic disease, dentigerous
cysts on both the maxilla and mandible, at the same
time, are rare. The following case illustrates a rare case
of multiple dentigerous cysts in both the maxilla and
mandible, unilaterally.

[ . Case Report

A 1l-year-old boy was referred to the Department of
Oromandibulo- facial Surgery, Chonnam National
University Hospital, in Gwangju, to evaluate the asymp-
tomatic facial swelling. There were no specific findings
on the family, medical and dental history. The patient
was diagnosed with multiple jaw cysts involving the per-
manent maxillary right canine and the mandibular right
second premolar by clinical and radiographic examina-
tion (Fig. 1, 2-a, b, ¢). The tentative diagnosis was
odontogenic keratocyst and dentigerous cyst. The pa-
tient had no additional findings such as mental retar-
dation, developmental delay, skin lesions, or other find-
ings suggestive of a syndrome. The radiological examina-
tion of the skull and trunk showed no specific findings
such as calcifications, skeletal deformity of the ribs,
clavicles, or vertebrae (Fig. 2-d.e). Although the patient
was referred to the department of pediatrics and the de-
partment of dermatology to rule out systemic diseases
such as the nevoid basal cell carcinoma syndrome, no
such diagnosis was suspected. A conservative approach

Fig. 1. Photograph at the first visit. (a) extraoral view, (b) intraoral view.

271

CHskAobx| Tte5|X| 36(2) 2009

to treatment was adopted with marsupialization during
surgery, a biopsy was performed to confirm the diagno-
sis. The histological findings showed thin non-kera-
tinized stratified squamous epithelium in both lesions
(Fig. 3). Therefore, the final diagnosis was confirmed to
be dentigerous cysts of the permanent maxillary right
canine and mandibular right second premolar. One
month after surgery, the patient was referred to the de-
partment of pediatric dentistry for oral care and eruption
guidance using a space maintainer. Extraction of the
primary maxillary right first and second molars and the
mandibular second molar was performed, and the affect-
ed teeth were guided to erupt with a space maintainer.
One year later, osseous tissue was found at the area
where the cyst was marsupialized (Fig. 4), and the af-
fected teeth were erupting favorably (Fig. 5). Clinical
and radiographic examination is planned for further

monitoring.

Fig. 2. Radiograph at the 1st visit. (a) upper occlusal view, (b) lower
occlusal view, (¢) panoramic view, (d) Water' s view, (¢) Chest PA.
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Fig. 3. Histopathological view( x 200). Note the non-keratinized squa-
mous cell epithelium lining. (a) # 13 area, (b) #45 area.

Fig. 4. Initial & Follow-up CT image at 6 months later. Note the size
decreased. Inital view (a) #13, (b) #45; 6 months later, (c) #13, (d) #45.

Fig. 5. Follow-up panoramic radiograph. Note favorable eruption of #13, 45.

I'. DISCUSSION

The prevalence, treatment, and prognosis of single
dentigerous cyst are well known. On the other hand,
multiple dentigerous cysts without systemic diseases are
rare, particularly ones both in the maxilla and mandible.

According to the previous researches, Ko et al'”. re-
ported 11 cases of muitiple dentigerous cyst which were
not related to any syndrome and treated by removal of
the cyst. They also treated a 42-year-old Caucasian
male patient with bilateral dentigerous cysts on perma-
nent mandibular third molars by removal of the cyst.

After investigating previous studies, Freitas et al'’.
also reported 17 cases including all cases in the paper by
Ko et al. Removal of the cyst was done in all cases ex-
cept one that was not treated. They treated a 14-year-
old male patient who had dentigerous cysts on perma-
nent mandibular left second molar and maxillary right
third molar by the same procedure.

Lastly, Evren et al.'” searched papers issued from
1967 to 2002 under a keyword of “dentigerous cyst, bi-
lateral, and multiple’ in MEDLINE, but failed to find
anything. They treated a 6-year-old female patient with
bilateral dentigerous cysts on maxillary sinuses by re-
moval.

Besides reports mentioned above, several papers about
multiple dentigerous cyst which was not related to any
syndrome were found. Lonnie et al.™® reported that they
treated a 7-year-old female patient who had dentigerous
cysts on all unerupted permanent teeth except erupted
permanent first molar, permanent central, and lateral
incisor on both the maxilla and mandible by successive
extraction of primary teeth with marsupialization. Also,
Yoon and Kang" published 2 treated cases of multiple
dentigerous cyst which were not associated with any
syndrome.

Cases mentioned above can not represent all multiple
cysts which is not related to syndromes. However, these
are rare cases for sure, and there are few reports about
that these cysts are treated by conservative procedures
such as marsupialization.

Decompression, marsupialization, removal, and surgi-
cal excision are 4 main treatments for dentigerous cyst.
Marsupialization and removal are mostly used™?.
Removal is fast and simple, but it causes a massive
bone loss and extraction of the affected teeth. On the
other hand, marsupialization can preserve the affected



teeth, but, it requires a long term follow—up, and infec-
tion can be occurred by the closure of the cyst or foreign
bodies through the entrance of the cyst. To complement
these shortcomings, an additional plugger or obturator
can be used with a space maintainer®®. Canine and
premolar unlike third molar are worthy to conserve
strategically.

V. SUMMARY

This case report is about a 11-year-old boy who had
unilateral multiple dentigerous cysts on the maxilla and
mandible simultaneously. This patient was treated with
a conservative procedure such as marsupialization and
eruption guidance using a space maintainer. Monitoring
for 1 year is not enough to follow up the patient, thus
further clinical and radiographical examinations in a
regular basis is needed to assess the prognosis such as
the recurrence of the cyst and systemic diseases.
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