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Gut obstruction from multiple metastasis of subcutaneous

leiomyosarcoma : a rare pheonomenon
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Superficial Leiomyosarcoma, an uncommon soft tissue sarcoma, has hematogenous
spreading, commonly to the lung and has never been reported to have distant metastasis fo
the gastrointestinal tract. This is the first case of metastatic superficial leiomyosarcoma to the
small bowel as three malignant nodules which resulted in clinical gut obstruction. Itis rare that
other types of leiomyosarcoma that primarily arises in the gastrointestinal tract, uterus, and
retropeironeum revealed evidence of cutaneous metastasis.

In this case, the patient had history of superficial leiomyosarcoma on the left thigh for
ten years before it developed distant metastases to the lung, kidney, vertebral body, and
finally gastrointestinal tract. Immunohistochemical study was performed to confirm the diagnosis
of leiomyosarcoma, both in the cutaneous and its metastasis in the small intestine. The result

supported the diagnosis.
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Leiomyosarcomas have been found in
various organs and tissues.""? In comparison to
leiomyosarcomas that occur in the gastrointestinal
fract, uterus, or retroperitoneal region, the superficial
lelomyosarcomas occur less frequently, account for
2% to 3 % of all superficial soft tissue sarcoma.”
Most. .common sites of metastasis from primary
‘superficial lesion are lungs via hematogenous
spreading and regional lymph nodes, as mentioned
nStout and Hill's cases.® We report a patient who
presented with primary superficial leiomyosarcoma on
iheleftthigh which metastasized to the lungs, kidney,
: and bone as well as multiple polypoid masses within

e small intestine, which-is very. uncommon.

Case Report
A 59-year-old Thai male patient, presented
himself with gut obstruction. His previous history

evealed leiomyosarcoma on the left thigh for ten
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years, accompanied by distant metastasis to the lung,
kidney, and multiple sites of the vertebral bodies
about six years earlier. The segmental resection of
the affected small bowel was done. Macroscopic
examination displays three fungating masses along
small intestine without any invasion to the serosa
accompanied by serosal adhesion, measuring 5, 3,
and 3 cm in fargest diameters, respectively. These
masses grossly occupied mostly in the submucosal
area and muscularis propria, pushing its border to
the upper surface, which was covered by thin mucosa.
The cut surfaces showed inhomogenecus grey-white
areas with scattered small foci of hemorrhage and
necrosis. {Figure 1)

On histologic examination, the all tumor
masses showed invasive growth, arising from the
submucosa and muscularis propria without serosa
involvement, it was composed of interlacing fascicles

of spindle-shaped celis with eosinophilic cytoplasm

Figure 1. Macroscopic examination of the tumor mass.in the small intestine: there are three
masses occupying the submucosa and muscularis propria. The mucosa is stretched
by the mass effect of the tumor. The cut surfaces display heterogeneous grayish

white with occasionally hemorrhagic areas.
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and elongated blunt-ended nuclei. Their nuclei were
slightly pteomorphic. The mitotic rate was relatively
high, with more than 2 mitotic figures per 10 high power
fields. (Figure 2-3) A pane! of immunohistochemistry
studies revealed reactive to smooth muscle specific
actin and desmin, but non-reactive to- CD34 and

CD117 (Figure 4-5).

Figure 2. This picture, the tumor presents as submucosal mass. of spindle cell tumor with

interlacing fascicies. See the intact mucosal epithelium of small intestine at the surface.

Figure 3. High magnification of the tumor mass ( x 40) with six mitoses (arrow). These spindle shaped

tumor cell possess plecmorphic nuclei with conspicuous nucleoli, arranging in interlacing fascicles.
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Because there were three multiple lesions
along the gastrointestinal tract following the clinica
leiomyosarcoma with its metastasis, we concluded
that the diagnosis was metastasis superficia
leiomyosarcoma to small intestine. The GIST markers
CD34 and CD117, were negative to exclude the

subcategory of stromal tumor which commonly arisg
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Figure 4. The tumor cells, leiomyosarcoma, are evenly positive smeooth muscle specific actin.

Internal positive control is myofibroblast surrounding blood vessels. (arrow).

inthe gastrointestinal tract.

The additional records about this patient to

k support the diagnosis are as following findings:

This patient has medical record about first
presentation with left thigh mass for two years since
July 1995 and the histopathological study reported

formalin fixed specimen of skin and subcutaneous

tissue, 19x4.5x3.0 cm. The cut surfaces reveal hard

Figure 5. This picture shows tumor mass in the submuccsa that was totally negative of CD34

staining. See the positive internal control, the capillary wall, in this picture (arrow).

grayvish white appearance. The specimen of wide
excision was submitted as A to E, included lateral
resected margin. The final report at first visit for this
illness was superficial lejomyosarcoma of left thigh
with free resected margins (SP 38-6996). The primary
lesion was reviewed and disclosed subcutanecus
leiomyosarcoma with express the similar features as

found in the small intestine.
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- March 1999, he developed large mass at right
posterior-reck with epicenter at soft tissue of lateral
neck and encasement the whole right brachial plexus
with destruction of adjacent bone and intraspinal
extension Causing extrinsic ‘cord compression-as
described that likely to be tumor mass (from MRI
report since February 26,1999). Therefore, he was
treated by palliative treatment - the radiation.
Histopathology of the mass disclosed malignant
spindle cell tumor arising in brachial plexus and
immunohistopathologic study revealed positive actin
and negativé $100, CD34, and factor Vil (SP42-2450).

March 2001, he presented with paraparesis
symptom-and X-ray finding reported right upperiung
mass and spondylytic lesion of C6, C7, and T1 with
cord compression at thoracic level and neurogenic
bladder. Partial laminectomy and palliative radiation
were performed. The ultrasonography of KUB system
reported findings of metastasis to the liver, right
kidney, ana left back muscle (U-4341/44).

Méy 2003, he finally comes to Chulalongkorn
hospital with clinical gut obstruction from the metastatic
leiomyo-sarcoma to the small intestine as we reported
- (SP46-4758) and then develops another metastatic
lesion at scalp (SP46-6699).

Discussion

Leiomyosarcomas are malignant tumors
with expfess the features of smooth muscle cell
differentiation. Mostly the tumor arises beneath the
skin, from deep soft tissues of the extremities and
the retoperitoneum. The possibility of metastasis from
a primary tumor in a deep internal organ has to be
considered when there are multiple superficial

leiomyosarcomas.®
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Cutaneous and subcutaneous leiomyosar
comas usually occurin late adult life.®® These tumar.
are generally diagnosed at an early stage when the
are superficial and local. Therefore, a good prognosi
is usually given for this type of tumor. They may aris

from vascular walls or arrector pili muscles. |

contrast, deep soft  tissue and retroperitonea

feiomyosarcomas follow a more aggressiv
course."”" Leiomyosarcomas of the latter group, th

retroperitoneal type, often arise in the walls of vein

as multinodular intravascular growth in the pas

study.®™" Numerous cases of leiomyosarcoma

have been described as arising in the inferior vena
cava, mostly in women. There are scattered reports
of leiomyosarcomas that ‘involve the great vessels ofki;
the thorax."” |

Superficial leiomyosarcoma, account for;
2 to 3 % of all superficial soft tissue sarcoma”,
and comprises of cutaneous and subcutaneous “
leiomyosarcama. The behavior of this tumor is quite
good and is analogous to the favorable prognosis in
other forms of sarcomas that they are restricted o
the superficial soft tissue. Although recurrences

develop in almost half of the patients™

, metastases
are infrequent and seem to be well correlated with the
depth of the original tumor." In contrast to other

leiomyosarcomas'™®, the superficial leiomyosarcoma

is male predominant. They characteristically occurin
the ‘hair-bearing regions of the extremities without
significant pain or uicer. Cutaneous leiomyosarcoma
is only associated with local recurrence, in contrast
with subcutaneous leiomyosarcoma, has its metastatic
spread in-30 to 60 % of cases and with 30 to 40 %
of mortality rate.""” Kinoshita S. et al.”’ reported

feiomyosarcoma of the skin with generalized
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metastasis. In the experiment of Fields and Helwig®,
the tumaors that are confined to the dermis hardly
metastasize, where .as one ‘third:ef those involving
the subcutaneous tissues meta-stasized. This same
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trend was also noted by Dahl and Angerval
observed metastasis in about 10 % of cutaneous
lesion, and 40 % of subcutaneous lesions. The high
rate of metastasis (50 %) noted in the early report of
Stout and Hill ® reflects the fact that substantially
alters the outcome for the worse. Reviews of clinical
features confirmed that subcutaneous leiomyosarcomas
were more likely to behave indolently as reported
by Swanson and Stanley.” Like previously mentioned
reference, metastasis usually spreads via hematogenous
route to the lung and even regional lymph nodes were
noted in about 25 % in Stout and Hill's cases” and
have been noted in sporadic case reports."®
Inthis case, the primary lesion was considered
_ superfical leiomyosarcoma with distant metastasis
to the gastrointestinal tract, small intestine, which is
_ uncommon locations for the tumor. ™™ He presented
with clinical gut obstruction from three tumor masses
_in small intestine. These masses are localized in
| the submucosa and muscularis propria, which

extended to the mucosa. Macroscopic and microscopic

_sxaminations displayed histological features

suggestive of leiomyosarcoma and was later confirmed
byimmunchistochemical study. The patient has been
on record for eight years of a primary lesicn on the
leftthigh and the distant metastasis developed in the
next four years. The previous metastatic lesions were
localized at the 6" and 7" cervical spines and masses
were found in both lungs. For these reasons, the tumor
masses in the small intestine were likely to have

metastasized from the superficial leimyosarcoma.

659

References
1. Enzinger FM, Weiss SW. Soft Tissue Tumors. 3"
. -ed. St.Louis: Mosby, 1995.

2. Kinoshita'S, Hirai A, Izaki S, Kitamura K, Itoyama
S, Mukai M, Okamura R. Leiomyosarcoma of
the skin with generalized metastases: elebtron
microscopic and immunohistochemical
Study. Dermatol. 1991 Nov; 18(011): 654 - 60

3. Swanson PE, Stanley MW, Scheithauer BW, Wick
MR. Primary cutaneous Leiomyosarcoma: A
histological and immunochistochemical study
of 9 cases, with ultrastructural correlation. J
Cutan Pathol 1988 Jan:; 15(3): 129~ 41

4. Riddell RH, Petras RE, Williams GT, Sobin LH.
Tumor of Intestines. 3™ ed. Washington DC:
Armed Force Institute of Pathology, 2001:
351-2

5. Damjanov |, Linder J, eds. Anderson’ss Pathology
vol.2. 10" ed. St.Louis: Mosby, 1996: 1722-3,
2504, 2554

6. Hashimoto H, Baimaru Y, Tsuneyoshi M, Enjoji M:
Leiomyosarcoma of the external soft tissues.
A clinicopathologic, immunochistochemical
andelectren microscopic study. Cancer 1986
May 15; 57(10): 2077 - 88

7. Fields dP, Helwig EB: Leiomyosarcoma of the skin
and subcutaneous tissue.Cancer 1981 Jan
1;47(1): 156 - 69

8. Dahl I, Angervall L: Cutaneous and subcutanecus
lelomyosarcoma: A clinicopathoiogic study
of 47 patients. Pathol Eur 1974; 9(4): 307-15

3. Rising JA, Booth E: Primary leiomyosarcoma of
the skin with lymphatic spread.Arch Pathol
1966 Jan; 81(1): 94 -6

10. Kay S, McNeill DD: Leiomyosarcoma of



- ar ar o =
660 : Aoy GssltyuAng uss 1syd suifie

retroperitoneum. Surg Gynecol Obstet 1969
Aug; 129(2): 285-8

11. Shmookler BM, Lauer DH: Retroperitoneal
~feiomyosarcoma. A clinicopathologic analysis
“of 36 cases. Am J Surg Pathot 1983 April;

_7(3): 269 -80
12. Wile AG, Evans HL, Romsdah! MM: Leiomyosar-
coma of soft tissue: a clinicopathologic
study. Cancer 1981 Aug 15;48(4): 1022 - 32
13. Berlin O, Stener B, Kindblom LG, Angervall L:
Leiomyosarcomas of venous origin in the
extremities. Acorrelated clinicat, roentgenologic,
and morphologic study with diagnostic and
surgical implications. Cancer 1984 Nov 15;

54(10): 2147 -54

14. Leu HJ, Makek M. Intramural venous leiomyosar-
comas, Cancer 1986 April; 57(7): 1395 - 400
15. Baker PB, Goodwin RA: Pulmonary artery

Chula Med J

sarcomas. A review and report of acase. Arch
Pathol Lab Med 1985 Jan; 109(1): 35 -9

16. Sternberg SS, ed. Diagnostic Surgical Pathology.
Vol.2. New York: Raven Press, 1994:183-4,
2176-7

17. Wascher RA, Lee MY. Recurrent cutaneous
leiomyosarcoma. Cancer 1992 Jul 15; 70(2):
490-2

18. Riddell'RH, Petras RE, Williams GT, Sobin LH
Tumors of the Intestines. 3 ed. Washington
DC: Armed Forces Institute of Pathology,
2001:431-432

19. Hamilton SR, Aaltonen LA, eds. World Health
Organization Classification of Tumours.
Pathology and Genetics of Tumours of the
Digestive System. Lyon: IARC Press, 2000;
90-92






