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= Abstract =Hemangiomas of the intestine are extremely rare. The clinical manifestations 
are intestinal obstruction, hemorrhage, pain and/or intussusception. Overt blood loss is the 
most common presenting symptom in children. 

Presented case is a 6 year old girl with a jejunal hemangioma who has suffered from 
chronic iron deficiency amemia during 4 years due to recurrent gastrointestinal bleeding. 
Melena was not easily noticed because her black stool color was thought to be  due to 
varidus syrup (iron preparation). Unil the 4th admission, all workups except angiography 
failed to disclose the source of bleeding. Angiography showed contrast puddling in late 
venous phase at the area of the jejunoileal junction. Exploratory laparotomy was carried out 
to reveal a reddish discoloration in a segment of small intestine, 170 cm proximal from the 
ileocecal valve, and cavernous hemangioma was confirmed. 
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INTRODUCTION 

Hemangiomas of the intestinal tract are ex- 
tremely rare, but have been observed in all age 
groups (Nader and Margolin, 1966). The ~ndi -  
vidual clinician or pathologist is likely to see only 
a single case in their l i fet~me, and this may 
account for a reluctance to report them (Melllsh, 
1971). However, these simple lesions are impor- 
tant because of var~able clinical manifestations 
and diagnostic difficulty unless phleboliths are 
present. The manifestations are those of intes- 
tinal obstruction, hemorrhage, pain or intus- 
susception; only rarely is there a plapable mass 
(Nader and Margolin, 1966 and Hamilton, 1987). 
They are sometimes multiple and may be associ- 
ated with hemangiomas elsewhere. Though it is 

often fatal due to massive bleeding, it IS practi- 
cally always curable (Marine and Lattomus, 1958 
and Hyun et a/., 1969). Its preoperative recogni- 
tion is therefore of importance. 

W e  have experienced recently a case of caver- 
nous hemangioma of the jejunum in a 6 year old 
girl. Severe chronic hypochromic microcytic ane- 
mla with occult blood loss was the presenting 
srgn. Resection of hemangioma at laparotomy 
resulted in cure of this condition. The purpose of 
thls article is to report a case dealing wi th this 
unusual condition and to stress the importance 
of recognizing this entity as one of the causes of 
gastrointestinal bleeding in childhood. 

CASE REPORT 

A 6 year old girl was admitted to Seoul Nation- 
al University Children's Hospital (SNUCH) on 
April 12, 1989 for further evaluation of known 



iron deficiency anemia. 
This patient was born to a 31 year old mother 

via normal fullterm spontaneous delivery. The 
birth weight was 4.0 kg. No contributory family 
history was elicited. She had been healthy until 
2 years of her age when developed sudden pal- 
lor and lethargy. She was admitted to a hospital 
on July 1985 for the first time where the diagno- 
sis of iron deficiency anemia was made. Hemog- 
lobin at that time was 4.7 gmldl. Transfusion and 
varidus syrup were prescribed, and the pallor im- 
proved over 3 months afterwards. On Septem- 
ber 1986, she became pallid again and anorexic. 
she was brought to SNUCH Pediatric Outpatient 
Clinic and was placed on varidus syrup to im- 
prove her hemoglobin level from 4.7 gm/dl to 
7.8 gm/dl. 

The second admission was February 22, 1988 
for diagnostic endoscopy under general anesthe- 
sia. Two days prior to admission, she had be- 
came suddenly pale and lethargic. Blood press- 
ure was 90160 mmHg, pulse 140lmir-1, and re- 
spiration 30lmin. Physical examination revealed a 
pale lethargic girl who showed essentially nor- 
mal physical findings except pale conjunctiva. 
The hemoglobin was 5.6 gmldl, hematocrit 16.5 
%, WBC 80001mm 3 (poly 38 %, lymph 48 %, 
mono 12 %, eosino 2 %). Platelet 276 Wmm 3 
and reticulocyte 15.0 %. Stool ocult blood was 
positive. Upper GI series revealed prominent 
rugal pattern of gastric mucosa and jejunum 
along with flocculation of barium in proximal je- 
junum. No evidence of ulcer or intrinsic lesion 
was seen. Colon study and Meckel's scan were 
normal. Endoscopy showed no abnormality. 
Packed red cells were given and the patient was 
discharged after 11 days hospitalization. The 
bleeding source was not recognized this admis- 
sion. 

Her therd admission November 14 to 23, 1988 
was due to palpitation and sudden aggravation 
of pallor. All studies were repeated, but the etiol- 
ogy of the iron deficiency anemia was not clar- 
ified. On March 19, 1989, she was brought to 
emergency room because of dizziness. 

On April 12, 1989, she admitted a 4th time. 
On this admission, hemoglobin was 6.6 gmldl, 
hematocrit 22.2 %, WBC 7500!mm 3, platelet 
317Wmm 3, MCH 23.9 pg, MCV 80.,4 fl and 
MCHC 29.79 gmldl. Melena was noticed to the 
clinician, but was not thought significant be- 

cause her black stool color was thought to be 
due to varidus syrup (iron regimen). Angiography 
done on April 17, showed contrast puddling in 
jejunoileal junction (Fig. 1 ).  On April 19, 1989 ex- 
ploratory laparotomy was done and revealed a 
reddish discoloration in a segment of small intes- 
tine, 170 cm proximal from the ileocecal valve. 

Pathological examination: Grossly, the serosa 
of the involved portion showed purplish disolora- 
tion. the lumen was partly narrowed by protrud- 

Fig. 1. The ang~ography shows puddlings sign (arrows) 
In a segment of small intestine, 170 cm pro- 
ximal from the ileocecal valve. 

ing mass, measuring 3 x 5 cm. On section the 
w a l l  o f  t h e  j e j unum w a s  t h i c k e n e d  by  
sponge-like mass containing fresh blood and 
was involving the entire thickness of the bowel 
wall (Fig. 2). Microscopically there were numer- 
ous dilated vascular channels that share the 
common wall and lined by a single layer of en- 
dothelial cells (Fig. 3, 4). 



DISCUSSION 

Hemangioma occurring in the gastrointestinal 
tract is not often considered in connection with 
gastrointestinal bleeding of unknown etiology 
(Brayton, 1964). The intestinal hemangiomas 
may be classified into 4 categories (Rissier, 
1960) 1. Multiple phlebactasis, 2. Cavernous 
hemangiomas, 3.  Hemangioma simplex, and 4. 
angiomatosis with gastrointestinal localization, 
representing widespread vascular dysplasia, 
such as Osler-Rendu-Weber disease (Bruus- 
gaard, 1974). Among these, cavernous heman- 
giomas are probably the commonest type and 
consist of dilated venules and venous sinuses 

. whtch may replace the ~ntest~nal wall from mu- 
cosa to serosa. They are frequently found In the 
lage Intestme (rectum and stgmo~d) and cause 

Fig. 2. Mlcroscoplc flnd~ng shows cavernous heman- etther hemorrhage or obstructton. The polypold 

gloma lnvolvlng the ~ntest~nal mucosa. (H & E, cavernous type are similar In structure but with a 
x 1 00) polypoid conf~gurat~on. 

Fig. 3. Cavernous hemangioma involving submucosa. The tumor mass consists of intercon- 
necting vascular channels showing common wall and lined by a single layer of en- 
dothelium. The lumen contains protein-rich plasma. (H & E ,  x 100) 



Fig. 4. Cavernous hemangioma involving muscularis propria and subserosa. The upper half 
shows an organizing thrombus in the submucosa. (H & E, x 40) 

The cardinal complications of intestinal heman- 
giomas are gastrointestinal bleeding and intestin- 
al obstruction due to intussusception. (Weinstein 
et a/., 1963, Hyun et a/., 1969). Nader and Mar- 
golin collected a total of 47 cases of intestinal 
hemangiomas causing gastrointestinal symp- 
toms in the pediatric age group from the English 
literature. Thirty-four of these had gastrointestin- 
al bleeding as a presenting symptom, whereas 
obstruction or intussusception was found in six, 
dyspepsia in one and "severe anemia" due to 
chronic occult blood loss as in this case under 
discussion in three, and asymptomatic intestinal 
hemangiomas were found in the large intestine 
in 26 cases and in the small bowel in 21 inst- 
ances. Among small bowel lesions, 15 had intes- 
tinal bleeding, 6 had intestinal obstruction and 1 
had both bleeding and obstruction. Heman- 
giomas of the skin were found in 22 of the 40 
cases in the series. 

The characteristic radiologic findings of multi- 
ple, relatively smooth-bordered intramural extra- 
mucosal filling defects projecting into the bowel 
lumen, accompanied by phleboliths within the 
defects, virtually confirm a diagnosis of vascular 

malformation (Hellstrom et a/., 1955, Holling- 
sworth, 1951, and Marine and Lattomus, 1958). 
Among the reported cases, X-ray changes of fill- 
ing defects or phleboliths or both were present. 
The occurrence of phleboliths seems to be more 
frequent in adults (Scott and Brand, 1957, Grieco 
and Bartone, 1967). It is interesting that our case 
did not reveal phleboliths and all workups except 
angiography failed to reveal the bleeding source. 
Delay of making diagnosis in our case was partly 
due to the fact that the melena history was 
masked by the prologned taking iron orally and 
the occult nature of the bleeding. Although intes- 
tinal hemangiomas are rare, it should be consi- 
dered as a possible cause of gastrointestinal 
bleeding and intestinal obstruction. It is impor- 
tant that intestinal hemangioma should be in- 
cluded in the differential diagnosis of iron de- 
ficiency anemia due to chronic blood loss or 
acute gastrointestinal hemorrhage in childhood. 

For treatment of intestinal hemangioma, dras- 
tic surgical means seem to offer the only possi- 
ble cure. Sclerosing injections and radiation ther- 
apy have not been successuful in the manage- 
ment of these cases. 
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