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ISR A7 EOBEORSHAV MEEE R/ (Fig. 2). CHEFEARIC T, HEIS 4 &
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BAICH mEEEZRS: (Fig. 7). MERECTHBEDOHREZURAMZRO. KR
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3. SEMEFEIABERECTRHIALY, FEERCSTIRENEFRBOSHIEIE
hTH3.

The authors reported a case of Blue Rubber Bleb Nevus Syndrome in 1982, and
recently we experienced another case of this syndrome.

A 67-year-old male was admitted to our hospital on Feb. 15, 1984, for further
examination of the gastrointestinal tract, complaining of hemangiomas of the skin
and oral cavity. On physical examination, 8 hemangiomas (Fig. 1) were found
in the oral cavity and 47 blue, soft hemangiomas (Fig. 2) were found over the
whole body, including the penis. On a gastrointestinal roentgenogram, four soft
protruded lesion were recognized in the esophagus (Fig. 3). Endoscopically, these
lesions were confirmed to be hemangiomas (Figs. 4~6), and a tiny hemangioma
was found in the stomach (Fig.7). Hematological examination showed mild iron
deficiency anemia. Histological examination of the resected cutaneous hemangioma
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disclosed a cavernous hemangioma (Fig. 8).
Hemangiomas were not found in the remainder of the gastrointestinal tract,
the liver, spleen or pancreas. There was no family history of hemangiomas.
To date, 30 cases of Blue Rubber Bleb Nevus Syndrome have been reported

in Japan. The diagnosis of a esophageal hemangioma which is a rather rare

association in this syndrome, was established by esophagoscopy.
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Fig. 1. Hemangioma of the tongue.

Fig. 2. Blue rubber bleb nevi on the left
forearm.
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Fig. 3. Gastrointestinal roentgenogram
shows three protruded lesion in the
middle esophagus.
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Fig. 4. Endoscopical examination shows a
hemangioma in the upper esophagus.

Fig. 5. Endoscopical examination shows
hemangiomas in the middle esophagus.

Fig. 6. Endoscopical examination shows a
hemangioma, which is located in the most
anal side, in the middle esophagus.
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Fig. 7. Endoscopical examination shows
a hemangioma in the stomach.
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Fig. 8. Histological finding of the cutaneous
hemangioma (Fig. 2) shows cavernous
hemangioma (%60, H-E stain)
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Table 1. Literature review of blue rubber bleb nevus syndrome in Japan.

Clg(s)e Author and year' ‘é’gf)’Sex‘ Hemangioma of skin Hemangioma in alimentary tract
: : oral cavity, lower pharynx(esophagus,
1 | Saito et al 1967 | 31 | F | multiple terminal ileum)
2 | Yamasaki et al 1972 | 17 | F | 20 and few stomach (small intestine, large bowel)
. oral cavity, lower pharynx, stomach,
3 | Kitao et al 1972 | 17 | M | about 90 large bowel
B oral cavity, esophagus, stomach (small
4 | Kawakami et al 1975 | 24 | F | about 220 intestine, large bowel)
5 | Matsubara et al 1975 | 15 |'M | 10 and few
6 | Imamura et al 1976 |31 | F he‘)flfsll%ve; e(lﬁg’ right (submucosal tumor of - the stomach)
7 | Hashimoto et al 1976 | 44 | M multiple oral cavity, rectum
8 | Tamaoki 1977 | 46 | F | cheek, neck oral cavity
9 | Saito et al 1977 | 27 | F | about 56 small intestine, large bowel
10 | Taniguchi et al 1978 | 52 F multiple oral cavity, rectum
11 | Hara et al 1979 | 29 | M | about 8 small intestine
12 | Maeda 1979 | 8| M | multiple oral cavity
oral cavity, esophagus, stomach, small
13 | Takubo et al 1980 | 60 | M | 4 intestine, large bowel
14 | Sakazaki et al 1980 | 28 | M | Sheek, the ack, | oral cavity, pharynx
15 | Matsuda et al 1981 | 50 | F | about 20
16 | Kumakiri et al 1981 | 14 | M | about 130 oral cavity, large bowel
17 | Mizuta et al 1981 | 61 | M | 10 and few oral cavity, esophagus
18 | Araki 1981 | 8| F |9
19 | Imayama 1982 | 40 | F | multiple
20 | Imayama 1982 | 22 | F | about 37
21 | Koga et al 1982 | 55 | F | about 120 stomach, large bowel
. left scapular region,
22 | Hoshika et al 1982 | 66 | F | ;1o iior chest wall | ©SOPhagus
23 | Nakama et al 1982 | 22 | F | multiple small intestine
24 | Oonishi 1982 | 40 | F | multiple oral cavity
25 | Moori et al 1983 | 63 | F | mandible, right ear | oral cavity
26 | Fukui et al 1983 | 67 | F | arm, abdomen oral cavity, stomach, small intestine
27 | Mori et al 1984 | 60 | M | about 40 30 and few
28 | Maeda et al 1984 | 58 | F | right lower leg stomach
29 | Saito et al 1984 | 37 | M | 17 stomach, small intestine, large bowel
30 | Hoshika et al 1984 | 67 | M | 47 oral cavity, esophagus, stomach
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