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Hamartomas in the opercula of four
unerupted primary molars
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ABSTRACT

Odontogenic lesions in the opercula may result in delayed
eruption of primary molars.

Case report

This case presents a rare occurrence of delayed
eruption of four primary molars causing interference with
normal function. The lesions were surgically excised
to expose the underlying first deciduous molars.
Histopathological analysis of the excised tissue revealed
hamartomatous lesions. These lesions appeared histologi-
cally identical to those of an odontogenic giant cell fioroma,
consisting of odontogenic epithelial islands with scattered
giant cells and histiocytes in a surrounding dense fibrous
connective tissue stroma. Occasional dyskeratotic cells
were also noted with an intermixed mild, chronic inflam-
matory cell infiltrate.

Conclusion

Eruption cysts are traditionally left untreated to resolve
spontaneously with the eruption of the underlying teeth.
However, lesions that stay unresolved or interfere with
function should be surgically excised and sent for hist-
ological analysis. The presence of hamartomas in the oper-
culum should be considered as a differential diagnosis in
persistent unerupted deciduous and permanent teeth.
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INTRODUCTION

A dome shaped swelling in the mucosa overlying an
unerupted tooth is commonly diagnosed as an eruption
cyst (EC)." An EC is a dentigerous cyst that develops when
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the dental follicle separates from the crown of an erupting
tooth that is still enfolded in the soft tissue overlying
alveolar bone. "2

The lesions are usually associated with unerupted decid-
uous mandibular central incisors and permanent first
molars, but rarely with deciduous molars.®

Eruption cysts are usually asymptomatic and are
conservatively left to rupture spontaneously when the
underlying tooth erupts.” * SHowever, surgical intervention
should be considered if the EC’s cause pain or discomfort,
infection or interfere with normal function (i.e. breast-
feeding/mastication).* ©

Persistent multiple EC’s on all four first deciduous molars
of one patient is a rare occurrence. This paper describes
the surgical management and final diagnosis of such
a case.

CASE REPORT

A healthy, 19-month-old boy presented with his mother.
The main complaint was that swellings in the boy’s mouth
were interfering with breastfeeding. According to the his-
tory, the swellings had been present and had increas-
ed gradually in size for approximately eight months.
Initially, the referring dentist explained to the mother
that the swellings would self-correct on eruption of the
primary molars. After a year had lapsed without self-
correction and the boy started experiencing functional
problems, the dentist referred the patient for further
investigation.

Upon clinical examination, dome-shaped lesions were
noted in all four quadrants in the areas where the first
deciduous molars were expected to erupt. The swellings
were the same colour as surrounding mucosa with a
slight bluish tint and were soft and tender on palpation
(Figures 1A and B). The patient could not close the mouth
completely due to the size and location of the lesions.
No other clinical pathological findings were noted. Due to
the patient’s age and cooperation it was decided not to
expose the child to radiation for radiographic examination.
A clinical diagnosis of multiple eruption cysts was made.
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The child was examined by the anaesthesiologist and
cleared for general anaesthesia. All four cysts were
surgically removed through elliptical incisions made with a
surgical blade (Figure 2A).

Figure 1. (A) Clinical photographs of dome-shaped swellings overlying un-
erupted deciduous molars bilaterally in maxilla (B) second and third quadrant.

A

Figure 2. (A) Elliptical incision design.
(B) Immediate post-operative appearance.

Clear fluid was drained once the mucosa was cut.
The incisions were made larger than normal to prevent
tissue contact and reattachment. The excised tissues were
sent for histopathological analysis. Bleeding was easily
controlled without any sutures or haemostatic agents
(Figure 2B). Post-operative instructions were given to the
mother and follow-up visits were scheduled.

At the one-week clinical follow-up (Figure 3A), the
tissues surrounding all four teeth were sound with
slightly rolled borders and marginal inflammation. All four
deciduous first molars were clearly visible. The mother
reported an improvement in feeding and did not report
pain or discomfort experienced by the boy. At the three-
week follow-up (Figure 3B), all signs of gin-gival inflamma-
tion had cleared and the infant functioned and fed well.

Figure 3. (A) One week follow-up. (B) Five-month follow-up also showing
eruption of the 85 and 83.

Histological analysis confirmed the diagnosis of multiple
eruption cysts with the presence of odontogenic giant cell
fioromatosis in the overlying mucosa. The lesions showed
the presence of odontogenic epithelial islands with
scattered giant cells and histiocytes in a surrounding dense
fibrous connective tissue stroma. Occasional dyskera-
totic cells were seen, which were more abundant in one
fragment, and a mild, chronic inflammatory cell infiltrate
was present within the surrounding fibrous connective
tissue (Figures 4A to D).

Figure 4D.
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Figure 4:

(A) Eruption cyst: Low power magnification showing a
mucosal fragment with an underlying cystic lesion lined by
non-keratinizing stratified squamous epithelium (H & E, x4).
(B) Cyst wall: Higher magnification of the cyst wall
shows the presence of fibrous connective tissue with
scattered giant cells and odontogenic islands representing
odontogenic giant cell fioromatosis in a background of a
mixed, chronic inflammatory cell infiltrate (H & E, x20).

(C) Odontogenic giant cell fibromatosis: High magnifi-
cation highlights the giant cells and odontogenic islands
with background inflammatory cells (H & E, x40).

(D) Dyskeratotic cells: Focally the eruption cyst shows
the presence of numerous dyskeratotic cells (H & E, x40).

DISCUSSION

Biopsies from the opercula overlying the impacted first
deciduous molars showed increased odontogenic epithelial
rests that varied in size and shape. These epithelial rests
may obstruct normal tooth eruption.”

These lesions have been described using terms such as
‘odontogenic giant cell fibromatosis (OGCF)’ and ‘peri-
coronal hamartomatous lesions’.® The term hamartoma
can be defined as a “non-neoplastic, unifocal/ multifocal
developmental malformation”.® While the pathogenesis
of hamartomas remain speculative, it is known that these
tissues are most commonly derived from the mesoderm.™

The hamartomas in our patient corresponded to OGCF,
a term first coined by Philipsen et al.,” to describe an
odontogenic hamartomatous lesion present within the
opercula of permanent first and second molars with
delayed eruption. Histologically, OGCF presents as a
non-encapsulated lesion consisting of dense fibrous
connective tissue containing a large number of spindle-
shaped or stellate cells and large multinucleated cells,
proliferating strands and islands of odontogenic epithelium
with occasional squamous cell metaplasia and no calcifi-
cations present.®

These multinucleated giant cells and stellate cells, found
in great number in these lesions, are histologically identical
to those described in giant cell fioromas.” The patient in
question presented with a focal area of dyskeratotic cells
in the wall of the cyst which is a rare phenomenon, but
is well documented in odontogenic cysts. The strong
association between OGCF and mandibular impacted
molars suggests that the biology of these hamartomatous
lesions differs from that of "classic" odontogenic tumors.”

Both Philipsen et al.” and Yonemochi et al.' concluded that
the presence of hamartomatous lesions in the pericoronal
areas of teeth may cause delayed eruption which can
interfere with the pathway of an erupting tooth, causing
tissue derangement and remodelling. 7 & !

The odontogenic hamartomas presenting in this case
were successfully resolved following conservative surgical
incision. Odontogenic hamartomas are non-neoplastic
and once they have been resolved, there is little chance
of recurrence.?

CASE REPORT

CONCLUSION

In this case report, the delayed eruption of primary molars,
which is uncommon, is described and is attributed to
eruption cysts, characterised by OGCF hamartomatous
lesions in the opercula. Failure to spontaneously resolve
and a reduced ability to breastfeed resulted in a decision
to treat the cysts surgically.

Conservative surgical intervention resulted in the successful
eruption of all four primary molars, improved function and
overall quality of life.
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