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Leiomyomatous hamartoma (LH) is congenital lesion

rarely seen in oral cavity. In English literature, all repor-

ted cases appeared as solitary lesion in alveolar ridge or

the tongue, and there have never been a report showing a

case of multiple occurrence of this lesion. A quite rare

case of multiple LH occurred in a 2-year-old Japanese boy

is presented. A polypoid lesion was presented at incisive

papilla and two isolated lesions in the tongue dorsum, one

appeared as a polypoid mass in the posterior dorsum and

other as a small spindle-shaped agger in the anterior

dorsum. All of them were histologically diagnosed as LH.
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Case report

A 2 years 7-month-old Japanese boy was referred to
Osaka University Dental Hospital for evaluation and
treatment of a polypoid mass on the palatal surface at
the incisive papilla. He had delivered normally full-term
and there were no abnormal events during pregnancy
and history of any congenital anomalies in her family.
According to his mother, the lesion was first clearly
noticed at 2 years 5 months old and was slowly growing.
Another polypoid mass was also presented in the dorsal
surface of the posterior tongue, which had been pointed
by his paediatric doctor at 4 months old.

Intra-oral examination revealed the presence of
polypoid lesion with elastic softness, measuring
5 · 3 · 4 mm at the incisive papilla (Figure 1). The left
upper primary central incisor was slightly dislocated
towards the labial side. In the midline of the tongue
dorsum, two lesions were observed; one presented
posterior part, which had been pointed out previously,

and another in the anterior dorsum of the tongue
(Fig. 2). Former lesion appeared as a polypoid lesion
with a smooth surface and the size of the mass was
4 · 4 · 3 mm. The latter was presented as a small
spindle-shaped agger with rather smooth surface and the
size was 2 mm in diameter. Any indurations in the
tongue beneath both lesions were not palpable. The
tightened lingual and upper labial frenulums were also
seen. Radiographic examination of the maxillary alveo-
lar ridge did not reveal the presence of any radiopaque
or radiolucent lesions. Under the clinical diagnosis as
multiple benign tumours, the excision was performed
under general anaesthesia.

Tissues obtained by surgery were fixed in 10%
buffered formalin followed by paraffin embedding.
Histological sections from paraffin-embedded blocks
were stained with haematoxylin and eosin (HE). Micro-
scopically, the lesions were composed of proliferating
mesenchymal components that contained mainly
smooth muscles admixed with collagen fibres, nerve
fibres and small vessels (Fig. 3a–c). Furthermore,
mucous salivary glands were detected in the lesion at
the incisive papilla (Fig. 3d). Immunohistochemical
stain was performed on the serially prepared sections
by streptavidin–peroxidase complex technique. The
mesenchymal components were almost all positive for
vimentin (V9, pre-diluted; Dako, Glostrup, Denmark),
smooth muscles were positive for a-smooth muscle actin
(1A4, 1:200; Dako) and desmin (D33, 1:100, Dako;
Fig. 3e), and nerve fibres scattered throughout the
lesions were positive for S100 protein (polyclonal, pre-
diluted, Dako; Fig. 3f). From these findings, the lesions
were diagnosed as leiomyomatous hamartoma (LH).
Post-operative course was uneventful and no recurrence
was observed.

Comments

Hamartoma is a tumour-like malformation composed of
a focal overgrowth of mature normal cells located where
they are normally found and the intra-oral hamartoma
is a rare lesion (1). Hamartoma can be histopatholog-
ically classified according to main components, and LH
is defined as the hamartoma composed only or predom-
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inantly of smooth muscle. LHs are often found in lung
or kidney, but the case observed in the oral cavity is
quite rare. In English-language literature, only nine
cases have been reported; six cases in the maxilla (2–7)
and three in the tongue (1, 8, 9; Table 1). All of them
appeared as a solitary lesion and there have never been a
report showing multiple occurrence of LH, except a case
reported in Japanese literature (10).
There are some differences in the location of the lesion

among past reported six cases observed in the maxilla.
In four cases (2, 3, 5, 6), the lesion was located in the
midline of the gingiva on the palatal side, but, in the case
reported by Takeda et al. (4), the lesion was located in
that on the labial side. In the case reported by Napier
et al. (7), the lesion was located in hard palate beside the
midline. On the other hand, among three reported cases

of the lesion in the tongue, two were seen in posterior
dorsum (8, 9) and one in the tongue tip (1). In our case,
the larger polypoid lesion was presented in the posterior
tongue dorsum and the smaller lesion was in the center
of the tongue dorsum. In the case of multiple LH
reported by Kanekawa (10), lesions were located in
midline of the alveolar gingiva on the palatal side and
the posterior tongue, and these clinical features are
resembled to our case, except the multi-occurrence of
the tongue lesion.

In clinical, any intra-oral lesions located in or near the
midline of the tongue and the anterior alveolar ridge of
the maxilla with a polypoid or pedunculated solid mass
in infants require differential diagnosis from LH.
Among intra-oral congenital lesions appeared as a solid
mass, the choristoma is rather common lesion than
hamartoma, though its incident is also low. This lesion is
defined as a cohesive tumour-like mass consisting of
normal cells in an abnormal location and shows
tumour-like growth and, according to main component
cell, this lesion is histopathologically classified into some
variants and the osseous choristoma, cartilaginous
choristoma and lingual thyroid choristoma are rather
common lesion in oral cavity (11). Among them, the
osseous choristoma predominantly occurs in the dorsum
of the posterior third of the tongue, and often appears as
a pedunculated mass (11). However, choristomas are
seen in rather elderly group because they show the
tumour-like growth (11), which is different from the
clinical feature of hamartomas.

On the other hand, most common and well-known
congenital intra-oral solid mass is �congenital epulis’.
This lesion is mainly found in the maxillary alveolar
ridge and rarely occurs in the tongue (12). However,
these cases were observed mainly in anterior ventral
surface of the tongue (12). Fibrous lesions also appear as
well circumscribed solid mass in younger children. These
lesions are mainly caused by chronic inflammation or
mechanical irritation, such as digit sucking and bottle
feeding. Most of fibrous lesions are reported as epulides
(13) but often as fibroepithelial polyp (13). The clinical
features of the reported three cases of palatal fibro-
epithelial polyp by Tomizawa et al. (13), were quite
resembled to that of the present case.

Histopathologically, LH should be distinguished from
some tumoral lesions composed predominantly of
smooth muscle. Leiomyoma in the oral cavity can be
divided into two categories, one is angioleiomyoma and
another is solid leiomyoma. The former lesion is more
common in oral cavity and is easy to distinguish
microscopically, due to the histological appearance, a
well-demarcated nodule composed a plethora of thick-
walled muscular vascular channels and interspersed
fibrous connective tissue (1, 7). To the contrary, solid
leiomyoma consists of poorly defined mass of interlacing
bundles of smooth muscle in a fibrous stroma, which is
similar to LH. To distinguish them, the difference of
clinical features of two lesions is important, because the
most of solid leiomyomas are found in adult and the
occurrence in infant is quite rare (2, 14). Some reports
(1, 9) indicated that the presence of salivary gland tissue

Figure 1 Clinical feature of the lesion located in the median maxillary
alveolar mucosa. The lesion was located at the incisive papilla and the
size of the lesion was 5 · 3 · 4 mm.

(b)

(a)

Figure 2 Clinical feature of the lesions in the midline of dorsum of
the tongue. The larger lesion was located in the posterior dorsum as
polypoid mass measuring 4 · 4 · 3 mm (a). The smaller lesion was
located at the anterior dorsum of the tongue, presented as a small
spindle-shaped agger with the smooth surface and the size was 2 mm in
diameter (b).
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is an important microscopic feature in LH to distinguish
from leiomyoma, though only three lesions (7, 8)
including our case showed its presence. Because leio-
myomas do not contain numerous nerve fibres (4), the

microscopic feature of many peripheral nerve fibres
intermingled with the proliferating smooth muscle cells,
examined by immunochemical staining with antibody
for S100, is now the important information (3, 14).

Table 1 Leiomyomatous hamartomas reported in the English-language literature

Authors Sex Age Location (number of lesions)

1. Ng et al. (2)a Female 3 months Median maxillary alveolar (1)
2. Semba et al. (3) Male 2 years Median maxillary alveolar (1)
3. Takeda et al. (4) Male 10 months Median maxillary alveolar (1)
4. Correa et al. (5) Female 6 years Median maxillary alveolar (1)
5. Kujan et al. (6) Female 11 months Median maxillary alveolar (1)
6. Napier et al. (7) Female 5 years Left hard palate (1)
7. Goldsmith et al. (8) Male 1 year Posterior dorsum of the tongue (1)
8. Kobayashi et al. (9) Male 3 months Posterior dorsum of the tongue (1)
9. de la Rosa-Garcia and
Mosqueda-Taylor (1)

Male 6 years Tip of the tongue (1)

10. Present case Male 2 years Dorsum of the tongue (2) and
median maxillary alveolar (1)

aThe case was reported as leiomyoma in the original literature, but this can be represented as leiomyomatous hamartoma.

(a)

(c)

(e)

(b)

(d)

(f)

Figure 3 Histological findings of the lesions. All lesions are exophytic mesenchymal masses (a), mainly composed of smooth muscles admixed with
collagen fibres, nerve fibres and small vessels (b and c). Mucous salivary glands are presented in the lesion at the incisive papilla (d).
Immunohistochemically, the mesenchymal components are positive for a-smooth muscle actin (e) and staining for S100 protein reveals many
peripheral nerve fibres intermingled with the proliferating smooth muscle cells (f; a–d, HE; a, bar 500 lm; b, bar 200 lm; c–f, bar 100 lm).
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Incidentally, the case of leiomyoma in infant, reported
by Ng et al. (2), have been suggested to be represented
as LH (3, 5, 7). Leiomyosarcoma is also the lesions
requiring the histological differential diagnosis. Leiomyo-
sarcoma is microscopically more cellular, nuclear
pleomorphism, mitotic acting and local invasion, and
these histological features can be easily distinguished
from LH as well as the clinical feature showing
aggressive growth (7).
Various intra-oral lesions may be presented as

pedunculated lesion in infant. When the clinical diag-
nosis as congenital disease is suspected for the lesion,
detailed oral examinations for another location should
also be performed, because of the possibility of multiple
occurrence of such disease.
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