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Prostaglandin E; (PGE,) is well known to have a potent action to dilate infants ductus arteriosus (DA). So
it is often used by rhe pediatric cardiologists for some of the congenital cyanotic heart diseases (CCHD) which
needs the patency of DA to support life.

PGE, had been administered for a long period of time to two infants with CCHD intending DA patency. In
their course, the patients developed marked generalized periosteal new bone formation, involving mainly the
long tubular bones in association with digital clubbing, swelling and tenderness of the extremities. The bone
changes and the symptomes are quite similar to those of secondary hypertrophic osteoarthropathy (HOA).

The reports of the bony alterations induced by PGE, are extremely rare, Only a few cases have been
reported so far from Japan, though its actual occurrence may not be rare.

In this communication, we wish to present two cases of our recent experience, which showed characteristic
hypertrophic bony changes, probably resulting from long-standing use of PGE, and discuss the possibility of
PGE, as the causative substance of HOA seen in various conditions.
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Fig. 1 Extensive periosteal new bone formation is apparent in the humerus and clavicle bilaterally.

The ribs are widened generally.
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Figs. 2, 3 Progressive periosteal new bone formation can be seen in the shafts of the long bones
of the upper and lower extremities. There is also generalized diminution of bony density with

sround glass appearance.

ALFRIFT R Fig. 6 O ) TH%. BRiI- e
Fr Rkt Alkaline phosphatase (ALP) -, &
t ALP 0FW7s bA%* R AFMTa0 BEETTE
ZRLTW5B EEZ bRhie. PG #5fhd human
growth hormone (hGH) of{ffi 1% 5.9ng/ml T#% -
fz. PG Bhdh L #@H BUE I3 original bone L

Fig. 4 Marked radionuclide accumulation can be
seen along the extremities, ribs and clavicle bi-
laterally and symmetrically.

HLRABIRELY, & BRIE S v
osteoporotic T % (Fig. 7, 8). IhiEi: #whgy
7 remodeling @ JBIE I L5 & BB canoe
paddle B> ZE AL, WAk BROH




1130—(4)

Month OI_

]

HAEZREHREEHE 428 FHi2e

operation "
IIS 4 5 6

1 1 s

administration of PG-E1l
(0.025ug/kg/min.)

cardiac murmur

cyanosis

B

PDA murmur

swelling of the extremity
& tenderness
digital clubbing
periosteal new bone formation

——

Fig.5 Schema of the clinical feature.
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Fig. 6 Chronological change of serum electrolytes,
enzyme, hormone and urinary electrolytes in the
course and after termination of intravenous infu-
sion of PGE,. PTH : Parathormone, CT : Calci-
tonin, Normal value lies between the dotted lin-
es. Figures in the parenthesis are normal value
in infants.
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Figs. 7, 8 Periosteal new bone begins to be inco-
rporated into the criginal cortex resulting in rec-
tangular shape with defective remodeling process.
Osteoporotic change is seen generally,
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Table 1 Laboratory data obtained with intravenous
infusion of PGE,.

S : serum

" days after N
administration 5 8 21 26
ofPGE, |\ 1 i i
ALP (KAU) | 5 | 36 | 8 | 90

$-Ca (mg/dl) | 9.7 9.6| 8.7|

S-P (mg/dl) | 3.4 5.2 4.6|

Fig. 9 Lamellated periosteal new bone is seen in the clavicle bilaterally. The ribs show canoe
paddle like deformity with defective remodeling process. Osteoporosis is seen generally.
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Fig. 10b
Figs. 10a, 11a The bones are normal in appearance.

Fig. 11b
Figs. 10b, 11b Mild periostesteal reaction can be seen in the shafts of the long bones of the
upper and lower extremities. The tarsal bones are decreased in bony density with thinned cortex.
The soft tissue is markedly swollen.
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clavicle. The ribs are blurred in margin.
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Fig. 12 Mild periosteal reaction can be seen symmetrically and bilaterally in the humerus and

The mandible and scapula are spared.
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