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Ameloblastic Sarcoma : A Case Report
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The ameloblastic sarcoma is a rare tumour composed of
ameloblastoma-like tissue intermixed with sarcomatous mesenchy-
mal tissue. There are 26 reported instances of ameloblastic sarcoma
in the literature. The first case was reported in 1887 by Heath, as a
«Spindle cell sarcoma». Eve (1907), Krompecher (1917), Papadimitriou
(1928), Kegel (1932), Hauenstein (1937), Emminger (1945), Hertz
(1952), Villa (1955), Pindborg (1960), Cina et al (1961), Cataldo et al
(1963), Mori et al (1972), Leiden et al (1972), Forman and Garrett
(1972), Hatzifotiadis and Economou (1973), and Goldstein et al
(1976) added their cases to the literature.

Nevertheless, the incidence of the progression of an ameloblas-
tic fiboroma to an ameloblastic sarcoma is much less (Cina et dl,
1962; Cataldo et al, 1963; Mori et al, 1972; Goldstein et al, 1976).

CASE REPORT

The patient, a woman aged 22 years, attended her dentist for a
swelling in the molar area of the left mandible, in June 1971. An
attemp to remove the swelling was made but three months later
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following the operation, a new swelling developed in the same area.
Radiological examination revealed an osteolytic lesion in the ramus
of the left mandible, with a track to the lower border (Fig. 1).

A biopsy was performed under local anaesthesia. In the secti-
ons, a tumour composed of odontogenic epitheium and highly
cellular mesenchymal tissue was seen. A diagnosis of Ameloblastic
fiboroma was made (Fig. 2). The tumour was curetted under generai
anaesthesia, in September, 1971.

Nine months after surgery, the patient came back with a painful
swelling in the same area. Intraoral examination revealed a solid,
ulcerated and bleeding tumour in the molar area. A new radiograph
was tcken, and the persistance of the radiolucent lesion was seen.
Loss of the cortical bone and irregular resorption was seen in the
affected part of the ramus (Fig. 3). An incisional biopsy was perfor-
med from the intraoral part of the tumour.

The new biopsy sections showed a mesenchymal tissue with
malignancy and numerous mitoses. Near the one pole of the tissue
there was a single island of odontogenic epithelial cells. A diagnosis
of a meloblastic sarcoma was made (Fig. 4 and 5). The patient accep-
ted neither hemimandibulectemy nor chemctherapy, and unfortuna-
tely has not been seen again.

DISCUSSION

The ameloblastic fiboroma and the ameloblastic sarcoma are
tumours found almost exclusively in the mandible (Leider et al, 1972,
Mori et al, 1972). The average age of the patients with ameloblastic
sarcoma was 30.8 years, and the age range was 3.5 (Mori et al, 1972)
to 78 (Cataldo et al, 1962). Thirteen of the twenty-six cases were
seen in female patients. Clinically, pain is the most outstanding
finding (Leider et al, 1972). Radiologically, it was described as
discrete bone destruction with expansion of the affected cortex. The
recurrence rate was low in the patients treated with radical
resections. Chemotherapy was used only by Goldstein et al (1976).

It is easy to recognise the ameloblastic fibroma consequent to
the presence of abundant odontogenic epithelium dispersed within
a mesenchymal tissue (Trodahl, 1972). There may be some difficul-
ties in the diagnosis of ameloblastic sarcoma due to the diminishing
of the odontogenic epithelium. On the other hand, it is necessary
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to make a differential diagnosis by seeking for odontogenic
epithelium in serial sections, when a fibrosarcoma is seen in the
jaws.

Odontogenic orign of the ameloblastic sarcoma is first desc-
ribed. by Eve in 1907, the author used the-name of «Sarcomatous
mixed odontomes». The histogenesis of the progression of an ame-
loblastic fibroma to an ameloblastic sarcomad resembles the sar-
comatous changes in Cystosarcoma phyllodes of the breast. The
epithelial components in the ameloblastic fibroma and cystosarcoma
phyllodes tend to disappear when sarcomatous progression occurs.
in the present case, we only found a small island of odontogenic
epithelium after sarcomatous progression, while the epithelial com-
ponents were abundant in the stage of ameloblastic fibroma.

Figure 1. Radiograph of the left side of the mandible demonstates radiolucent
area behind the first molar. Note the track leading to the lower border
(arrow).
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islands and cords of odontogenic
mesenchymal tissue closely
tooth bud, H—E, X 63.

Figure 2. Photomicrograph demonstrates
epithelium scattered in highly cellular
resembling dental palilla of the developing

(d.190/72).

Figure 3. Radiograph taken after recurrence shows irregular osteolytic lesion and
loss of the bone in both sides of the ramus (arrows).
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of the tumour demonstates island of

Figure 4. Photomicrograph of a section
the sarcomatous mesenchymal tissue,

odontogenic epithelium within
H—E, X 200. (d.564/72).

same tumour as shown in Fig. 4 under higher
sos (arrow) and pleomorphic bizarre malignant
ent to odontogenic epithelium, H—E, X 500.

Figure 5. Histological section of
magnification. Notc mito
mesenchymal ticsue cdicc
(d.564/72).
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OZET

Ameloblastik fibroma, epitelyal ve mezenkimal komponentlerin bir arada bu-
lundugu selim bir odontogen timérdiir, Ameloblastik fibroma'nin ameloblastik sar-
koma'ya déniismesi oldukca nadir bulgulardandir. Bu tir olgulari da iceren ame-
loblastik sarkoma ile ilgili literatir gdzden gecirilerek lezyonun klinik, radyolojik
ve patolojik ozellikleri lzerinde duruldu. Ayrica, literatiire yeni bir olgu ekledik.
Hastamiz 22 yasinda kadindi. ilk yakinmas: sislik ve bir dishekimi burada sapta-
digi fistild tedavi etmisti. Yine altcene sol molar disler alaninda ortaya cikan
ikinci bir sislik Gzerine yapilan radyolojik incelemede, sinirlar diizenli bir litik
lezyon saptandi. Yapilan biopsi tanisinin ameloblastik fibroma olmasi iizerine lezyon
kirete edildi. Ancak, 9 ay sonra gelen hastada sisligin eskisinden daha biylk
bir bicimde gelistigi izlendi. Agizici kitlesinden yapilan biopsinin tanisi amelob-
lastik sarkoma idi. Teklif edilen radikal cerrahi ya da kemoterapi kabul edilme-
yince hasta evine génderildi. Burada bildirdigimiz olgu, sarkoma doénisen bir
ameloblastik fibroma'yr gostermesi nedeniyle oldukca ilginctir.

SUMMARY

A very rare tumour in a young female demonstates the progression of an
ameloblastic fibroma to an ameloblastic sarcoma due to the recurrences.
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