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Gross photograph of kidneys at autopsy. The upper pole of the
left kidney shows a greyish-yellow tumor 8 e¢m in diameter. The
demarcation of the tumor is relatively distinct. Similar
although smaller tumors are seen in the lower pole of the left
kidney and in the right kidney.
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Close view of the upper pole of left kidney. Recent thrombus is
seen in the renal vein.
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Hematoxylin-eosin stain. Muscle fibers and fat cells are inti-
mately admixed. (x100)
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Hematoxylin-eosin stain. In the adipose tissue, immature fat
cells are seen. Majority of fat cells are of adult type. (x200)
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Hematoxylin-eosin stain. The blood vessels are numerous.
The transition from the vessel walls to muscle fibers is not
distinet. (x100)
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Weigert-van Gieson stain. The blood vessel at the right side has
no elastic fibers in its wall. Small blood vessel at the left
side has fine elastic fibers in the wall. (x100)
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Phosphotungstic acid-hematoxylin stain. The nuclei are round or
oval. No striation is seen in the cytoplasm. (x475)
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LIPOMYOHEMANGIOMA (HAMARTOBLASTOMA) OF KIDNEY
A CASE REPORT

B R O BB B 0L ¥ B

INTRODUCTION

A mixed type of nonencapsulated tumor in
the renal parenchyma, usually in the
subcapsular region, has been called angio-
myolipoma (1900),1 capsuloma (1942),2
lipomyohemangioma (1948),3 renal harmartoma
(1951),% benign mesenchyoma (1952),9
angiolipo-leiomyoma (1955),6 mesenchymal
hamartoma (1960),7 ete. Several dis-
cussions of the histogenesis of the
tumor have been given in the literature,
However, cases of lipomyohemangioma have
only occasionally been reported in Japan
Sixteen
cases of mixed tumors of this general type

and English-speaking countries.

in the kidney have been reported in Japan.
Only three of these contained three
histologic elements.

The present report describes a case of
lipomyohemangioma (hamartoblastoma) of the
kidney, and summarizes previous reports.
A discussion of the histogenesis is
also given.

CASE REPORT
CLINICAL HISTORY

Female, aged 68 years.
Date of birth, 18 March 1890.

The patient was present in Hiroshima at
the time of the bomb, at a distance of 4840
meters from the hypocenter. The air dose
of radiation at this distance was less than
1 rad, and does not represent significant
radiation exposure.

A detailed past history is unavailable.
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Around 10 June 1958, the patient de-
veloped abdominal pain and diarrhea, and
was confined to bhed.
of improvement and gradually became
prostrated.

She showed no signs

She was first seen by a physician on
20 June 1958. Physical examination
revealed temperature 36.5 C and pulse 110
per minute. Hazy consciousness, severe
general prostration, and dysphonia were
noted.
pale. There were bilateral lenticular
The heart sounds were impure.

The palpebral conjunctives were

cataracts.
Apical systolic and diastolic murmurs were
She complained of precordial
tenderness. The abdomen was not distended.
There was dependent bilateral pedal edema.
Resistance (muscular rigidity) at the elbow
was noted on passive movement of the
left-upper extremity.

heard.

By 25 June, the edema in the lower
extremities had gradually increased.
Diarrhea consisting of clay-colored stools
without mucus had persisted in spite of
administration of antidiarrheal drugs and
restricted diet. She continued to have a
clouded sensorium. On 2 July, the diarrhea
and abdominal pain ceased, but she was
lethargic and unable to answer questions.
The patient was not hospitalized and no
laboratory examinations were performed.

On 5 July 1958 she expired in apparent
circulatory collapse.

AUTOPSY FINDINGS

An autopsy was performed four hours and
fifty minutes after death. The body
weighed approximately 40 kilograms and
measured 145 centimeters in length. Main
pathological findings were as listed in
the pathological diagnoses.

PATHOLOGICAL DIAGNOSES

Chronic penetrating ulcer, posterior
wall, prepyloric region, stomach (4.0 x
3.0 cm).
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Lipomyohemangiomata, multiple, bilateral,
kidneys

Lipomyohemangiomata, left adipose
tissue of periadrenal region.

Thrombi multiple, perirenal veins, and
paraovarian plexus.

Multiple pulmonary emboli, bilateral,
small.

Arteriosclerosis, moderate, generalized.
Arterionephrosclerosis, moderate.

Interstitial fibrosis, slight, focal,
myocardium, left ventricle.

Pulmonary edema, mild, right lower. lobe

Perivascular demyelinization, mild,
thalamic region, cerebral hemisphere.

Lenticular cataract, bilateral (elinical
diagnosis).

The left kidney weighed 300 grams. The
capsule stripped with slight difficul ty.
The upper and lower poles of the kidney
were replaced by greyish-yellow, and
somewhat friable tumor tissue, which was
covered with a thin, fibrous membrane. The
tumor at the upper pole measured 8.0 cm in
greatest diameter, and the demarcation from
the parenchyma was relatively distinct.
The tumor at the lower pole measured 3 cm
ln greatest diameter. A few smaller
tumors, measuring up to 1.0 cm in greatest
diameter, were seen in the parenchyma of
the left kidney. The stellate vein was
slightly prominent and the corticomedullary
junction was not distinet. The renal
pelvis was slightly small, but smooth.
Several recent thrombil were present in the
renalrveins, the largest one measuring 8 cm
in length. The right kidney weighed 100
grams. There was a round, greyish-yellow
tumor, 1.0 em in greatest diameter, on the
external surface at the upper pole. Two
small nodules, measuring 0.2 cm in greatest
diameter, and several reddish-brown,
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semitransparent cortical cysts, measuring
up to 0.5 cm in diameter, were seen on the
The cortico-
medullary junction was not distinct. The
parenchyma was cloudy. The renal pelvis
was normal in size and the mucosa was

surface of the lower pole.

smooth. All tumors were cortical and
none involved the medullary portion

of the kidney.

MICROSCOPIC FINDINGS

Multiple sections from the left and right
tumors were essentially similar.
It consisted mainly
of three elements: adipose tissue, muscle
fibers, and blood vessels. The majority
of the fat cells were of adult type,
but some had the deeply stained ovoid
The fat cells were
interspersed among muscle fibers. The

The tumor
was not encapsulated.

nuclei of lipoblasts.

muscle fibers were spindle shaped and had
round, oval, or spindle-shaped nuclei with
pale stained cytoplasm. Some cytoplasm
contained small vacuoles. No striations
were seen by the phosphotungstic acid-
hematoxylin stain.
figures. A few pale red granules were
seen in the cytoplasm with the Best
carmine stain. With phosphotungstic
acid-hematoxylin stain, positive granules
were seen in the perinuclear region.
Delicate connective tissue fibers were
In some

There were no mitotie

noted between muscle fibers.
places in the muscle tissue, there were
several foreign-body type giant cells.
These giant cells did not resemble those
Mild chroniec inflam-
mation was seen in muscle tissue in regions
which contained gilant cells. It is not
certain whether the giant cells were
associated with nonspecific chronie
inflammation or with fat injury. A few
large, deeply stained cells resembling
myoblasts were also seen. Blood vessels,
arranged in small groups, contained few
blood cells. The walls of the vessels were
moderately thickened and contained no
elastic fibers, but were composed entirely
of fibrous tissue. The transition between
vessel walls and other elements of the
The capsule of

of rhabdomyosarcoma.

tumor was not distinct.
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the kidney was moderately thickened. The
junction between the capsule and the tumor
was sharp, and no capsular invasion was
seen. The remaining portion of the kidney
showed moderate nephrosclerosis.

Anemia, probably due to bleeding from the
chronic gastric ulcer, the pulmonary
emboli, and the thrombi in the renal veins
were the causes of death in this case. The
renal tumors are incidental findings except
as they may have contributed to thrombosis
of the renal veins.

DISCUSSION

Reports of mixed, benign mesodermal
tumors of the kidney are infrequent in
Japanese and English literature. As shown
in Table 1, only sixteen cases have been
reported in Japan up to the present time.
This relatively small number may reflect a
general lack of interest in a benign tumor
which is not frequently associated with
major clinical manifestations.

A benign renal tumor may be found mainly
in two ways:

The tumor is sufficiently large to
produce clinical symptoms (hematuria,
pain of renal origin, nephromegaly);

The tumor 1is found inecidentally at
autopsy. Usually, small multiple benign
tumors of the kidney are found in this
way.

In the present case, the kidney tumor
occurred in a patient in whom the more
important lesion was a gastric ulcer. The
tumor of the kidney was not mentioned on
the list of clinical diagnoses.

There are a number of theories on the
histogenesis of this tumor. Excluding
cases in which the sex is not reported,
11 out of 13 cases are females as indicated
in Table 1. The possibility of hormonal
influence in the histogenesis has been

considered for this reason. Tsubura and
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TABLE 1

BENIGN TUMORS OF THE KIDNEY REPORTED IN JAPAN INCLUDING BENIGN TUMORS OF THE CAPSULE

1l HACTHSESzWL-BUHETEY, BUEHEEEL SO
NUMBER SOURCE DATE DIAGNDOSIS AGE SEX
&5 i A it 2 lif i iy t
1 APRIL 1914 ANGIDLIPIMA NOT DESCRIBED
4 A 1 7 18 A I oL
JANUARY LIPOMA FEMALE
2 1 H PSTT | he i 82 4
DECEMBER LIPOMA MALE
3 12A STT e i i 4 5
LEIOMYOMA FEMALE
4 1848 | o in are -
S i £'e
LEIOMYDOMA FEMALE
1 s B ek
i 948 | s oht i A8 4
FIBROLIPOMA NOT DESCRIBED
® 1850 | g e 5 1 M 2 L
JANUARY FIBROLIPOMA FEMALE
7 1A 1951 | e I A a3 &
ANGIOLIPDFIBROMA FEMALE
8 VOST  4 I  dk E R 4 4
FEBRUARY FIBROMYOMA FEMALE
8 2R 1951 g g e hi2 i
OCTOBER LEIOMYOMA FEMALE
10 1852 | s et 2 .
107 - 5 i f 'S
11 1953 F]gROMA(45 CASES), LIPOMA(T)
FRMEME (45%7)) , BENNAEE (160)
ANGIOFIBROLIPOMA FEMALE
1 ropee G B i
2 1954 | 0 5 45 4 1S I 50 i
LIPOMA FEMALE
14 1854 ) pe i B8 £
14 " FIBROLIPOMA 2 FEMALE
955 ) o st s it . I
APRIL FIBROLIPOMA FEMALE
ba 4R 1957 | oo st S WM ot i
ANGIOMYOLIPOMA MALE
1 e
18 80 |y 5 iy B B M 32 7
Takashima15 have reported a case of
leiomyoma and emphasize that the kidney is
of the same embryonic origin - intermediate g o T s SH % "
¥ & D ORETIILEBAL, LEd-T, ®

mesoderm - as the uterus. They suggest
that renal tissue might therefore be
responsive to female sex hormones.

It has also been suggested that the
lipomyohemangioma may originate from a
hamartoma.%*7 Two main lines of reason
are used to support this theory. First, in
tuberous sclerosis the kidneys frequently
show lesions similar to lipomyohemangioma.
As reported by Bell about 50 per cent,21 by
Gordon about 70 per cent,22 and by Critechly
about 80 per cent?3 of the lipomyoheman-—
giomata of the kidney occur in tuberous
the histologic

sclerosis. Secondly,
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complexity usually manifested by these
tumors is suggestive of mesenchymal
hamar toma.

There are, however, several arguments
against the theory. Tuberous sclerosis is
seen mainly in younger age groups. The
independent lipomyohemangiomata occur
chiefly in older groups.5 This difference
is not easily explained. Simple benign
kidney tumors, fibromata and lipomata,
are not clearly derived from hamartoma on
the basis of histological findings. In
patients who died of diseases other than
of renal region Okuda et 218 by thin,
serial sections found minute fibromata in
45 out of 177 cases (25.4 per cent). The
authors suggested that these fibromata
were not hamartoma existing at birth.
Moreover, lipomyohemangioma of the kidney
does not exhibit bone formation as does
the hamartoma of the lung. This is a
characteristic feature of the renal
lipomyohemangioma.

On the other hand, it has been suggested
that the lipomyohemangioma develops
from normal kidney elements. The lipo-
myohemangiomata is considered by some
to be primarily of muscle origin.6 The
adipose tissue is considered to arise as a
consequence of degenerative changes or by
metaplasia of muscle tissue. Embryologi-
cally, muscle fibers are found in the
capsule, superficial layer of the cortex,
renal pelvis, and walls of the blood
5 The origin of leiomyoma might be
from any of these sources. The term
capsuloma derives from the fact that 80
to 98 per cent2 of mixed type tumors
are related to the capsule. Actually,
angiofibrolipoma of the capsule has been
reported.la’16 However, some lipomyoheman-
glomata occur in the medulla. 2% A few
things are difficult to explain on the
basis of supposed primary muscle fiber
origin. For example, in the present
case, the tumor is clearly separated
from the capsule. The two elements,
muscle fibers and fat cells, are very
intimately intermixed. A few immature fat
Fatty metamorphosis may

vessels.

cells are noted.
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occur in many tumors as a result of poorly
defined causes, but deeply complex patterns
are not frequent.
walls of blood vessels in the new growth
consist mainly of connective tissue and
transitions are not seen from vessel walls
to the tumor. These findings are much
different from those of leiomyoma in the
uterus, skin, or intestinal wall, in which
origin from smooth muscle cells of the

In the present case the

media of blood vessels is considered
a likely possibility.

In summary, the origin of this mixed
type renal tumor is not clear, but it is
believed by the author that mesenchymal
rest rather than muscle fiber origin is
likely on the basis of the intimate mixture
of elements.

In this case it is not likely that
the patient had this large tumor from
childhood. Probably the tumor had been
growing autonomously in the fashion
of a true neoplasm. A hamartoma of
mesenchymal rest entering upon autonomous
growth might appropriately be called a
hamar toblas toma. 29 Al though no established
view has yet been presented on the histo-
genesis of this tumor, on the basis of the
histologic findings it is believed this
tumor is appropriately designated as a
lipomyohemangioma.

SUMMARY

A case of lipomyohemangioma (hamar to-
blastoma) of the kidney in a 68 year old
female is presented.

Tumors of this type, with a mixture
of three elements, have been only in-
frequently reported in Japan. This is
the second case of lipomyohemangioma
reported.

Reasons are presented for considering
this type of tumor to originate from
hamar toma of undifferentiated mesenchymal
rest.
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FIGURE 1

Gross Photograph of Kidneys at Autopsy. The upper pole of the left kidney
shows a greyish-yellow tumor Becm in diameter. The demarcation of the tumor
is relatively distinct. Similar although smaller tumors are seen in the
lower pole of the left kidney and in the right kidney.
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FIGURE 2

2

Close View of the Upper Pole of Left Kidney. Recent thrombus is seen In
the renal vein.
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FIGURE 3 Hematoxylin-Eosin Stain. Muscle flbers and fat cells are intimately
admixed. (X100)
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immature fat cells
are seen. Majority of fat cells are of adult type. (X200)
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FIGURE 4 Hematoxylin-Eosin Stain. In the adipose tissue,
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FIGURE 5 Hematoxylin-Eosin Stain. The blood vessels are numerous. The transition
from the vessel walls to muscle fibers is not distinet. (X100)
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FIGURE 6 Weigert-van Gleson Stain. The blood vessel at the right si
left side has

elastic fibers in its wall. Small blood vessel at the
fine elastic fibers in the wall. (X100)
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FIGURE 7 Phosphotungstic Acid-Hematoxylin Stain. The nuclei are round or oval.
No striation is seen in the cytoplasm. (X478)
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