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Case report

Abstract
Necrotising ateritis apparently confined to ono organ yet showing histological fearures similar

to those seen in polyarteritis nodosa is now well recognised.
To report foxl cases of apparently isolated arteritis ofthe epididymis in patients who have no

clinical evidence of systemic disease.
The clinical. Histological, and immunohistochemical features of foxl cases of appareltly

isolated arthdtis of the epidilmis are presented. The aetiology and pathogenesis of the conditton are
discussed. Immunoglobulin and complement w€re shown in in acute arlerial lesions, but this is not
conclusive evidence that isolatated arteritis is eilher an immune compiex disease or a forme liuste of
polyarteritis nodosa,

It is impodant that any patients with histological evidence of necrotizing aferitis should have
full clinical, hematological, and biochemical investigations to exclude systemic disease because ofthe
clinical differences between polyartedtis nodosa and isolated arteritis
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Introduction
The lesions of pollarterit is affect

arteries of medium and small caliber,
especiall) at bifurcarions and
branchings. The segmental process
inr olves the media. u ith edemir,
fibrinous exudation, fibrinoid necrosis,
and infi ltration of poll morphonuclear
neutrophils, and extends to the advenlitia

a.nd intima. Thrombosis and infarction or
hemonhage occur ar rhis stage.
SubsequentJy rhe regions of f ibrinoid
necrosis are replaced by granulation
tissue- and lhe inrima proli lerates.
Finally the involved segment is replaced
b1 scar l issue \ i!h associated inlimal
thickening and periarterial fibrosis
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These changes produce partial occlusion.
tltombosis and infarction. and palpabte
or visible aneurysms with occasional
ruptwe [1,2]

Neqotising arteritis apparently
confined to one organ yet showing
histological fealures similar lo those seen
in pol)aneril is nodosa is nor.r well
recognised. Since the first description of
isolaled arleri l is in rhe appendir b) PIaur
[3] similar apparently isolated aftedts
has been recorded in the gall bladder l4l
uterine cervix [5,6] ute n body[7],
skin[8], and breast9, included three cases
of necrotizing axtedtis; in one patient the
disease was present only in the lestis. bul
his subsequent clinical history is
unkrown. We reporl four cases of
apparently isolated arteritis of the
epididymis in palients who have no
clinical €vidence of systemic disease.

Patients and Methods
Case reports
Case I and 2

A 41 and 33 year old men
presented with a tender mass in the left
leslicle \ hich had appeared suddenly
tbrce ten weeks previously respectively.
There was no history of recent tauma.
Ar injurl to the same teslicles some 5
and 7 yeam before had disappeared
spontaneously. Thete were no olher
urogenital s),mploms ard r-he patients
were olherwise fit and $e11. Or
examination Ihere were a hard. ineguJar.
tender nodule at the lower pole of the
left epidiymises ; the right testicles were
clinically normal. The patients
underwent a left orchidectomy via an
inguinal incision. I hey made an
uneventful postoperative rccovery zurd
were in good physical health two years
laler. The resected restiss measured 6.5
x 3.5 x 3.0 cm and 8.5 x 4.5 x 5.0 cm

Case 3 and 4
A 16 and a 20 lears old men were
noted to hav€ an undescended right and
left testicle respeclive al a roul;ne
medical examination. There was rr,-r
history of trauma, therc were no
urogenital synptoms, and the patients
uere othen ise Iit and well. On
examination Ihe reslicles \ ere in l lrs
inguinal canal and were small and non-
mobile. I he other leslicles wer(
clinically normal. The patienls
underwent unilateml orchidectomy. He
made an uneventflrl postopemtive
recovery and is in good physical health
six months later. The resected testis's
measured J .5  '2 .0 '  2 .0  cm and 5 .5
3.0 x4.0 cm respective. The testis's,
epidiymises. and cords appeared normal
macrosopically. The patients were
normotensive and neither was taking any
drugs before presentation.
Results
Table I shows the results of relevant
postoperali\ e haematological and
biochemical investigatiom. A11 were
within the normal ranges of the
laboratory. Blood eosinophil counts werc
not presertation.
Histology (Fig,l)
Routine paraffin embedded tissue
seclions roughly 5pm lhick \ ere srained
by haematox)lin and eosin, and elasuc
van Cieson. In case I and 2 the re5ris
showed no appreciable histological
abnormality. In case 3 and 4 there was
complete absence of gem cells
consistent with maldescent. There was a
multifocal necrotising artedtis affecting
$e epididlmis in all cases and of Lhe
spemalic cord in case 2, l. The acute
aneril ic lesions were characterized by
local fibrinoid necrosis of the vessel wall
with an associated infiltrate of
neuerophil polymorphonuclear
leucocltes and lymphoc)'tes. Eosinophil
polmorphonuclear leucocyes were not
seen and the hbrinoid mate al. In some
arteries the acute lesions were
circumferential. Some arterial lesions

.espective. They showed no
macroscopic abnormaliry. The lower
pole of the epdidlmis in one contained a
r-rell defined, hard white mass 4cm in
diameter.
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were characterized by pronounced
intimal (fibrous) thickenitrg and an
inliltate of lymphoq'tes in the muscular
wall without fibrinoid necrosis. Around
all the abnomal afiedes tlerc was a
lymphoclic infiltate of variable
inlensity. \ hich was mosl s{riking
around the lesions showing fibrinoid
neclosis.

Immunohistochemistry
Paraffin secrions were stained for IgC.
IgM. IgD- TgAand componenls Clq and
C3 using a standard peroxidase-
antiperoxidase tecbnique. Antisera was
supplied by Dako.Ltd. Positive staining
lvas only seen in acute artedtic lesions
(Table 2).

Table 1 Haemalolosical and biochemical results

Values are all within the laboralory nomal mnges.

I4blgZ Immunohistological staining of acute arte tic lesions

Discussion
The diagnosis of isolated arteritis

depends on the clinical exclusion of
systemic diseas€ in a patients who has
histological evidence of a necrotising
afieriris apparenll) limited to one organ.
t he histological picrure is similar lo lhar
seen in minor differences in cases of
isolated afie tis, notably the lack of
thrombosis, areurysm fomation, or
infarction[5]. In some rcpofts the lesions
are described as granuJomatous[9- l2]
bul lhe presence of mull inucleated gianr
cells close to disrupted fragments of

arterial elastic lamina (a featore not
specific to temporal arteritis) may occLr
secondadly to vessel wall damage | 1 3I .
Our patients had evidence of necrolising
artedtis ofthe epdidymis without clinical
evidence of systemic disease.

The aetiology of isolated arteritis
is unknown. \ecrotising adefil is is \ e..
recognized as a complicatjon o1
i adiation. Many forms of arteritis are
considered to be mediated by
imnLrnological mechanisms. lsolated
afteritis may represent a localised type II

Case Blood Serum

Ellhroc)'te
sedimentation
rarc (mm m
the furst hour)

Haemoglobin
concentration
(e/dD

White
cell count
( '10 ' /1 )

Urea
concentration
(mmol/l)

Cretinine
coatinine
concentration
(umoVl)

8 1 4 . ) 6.5 83
2 2 13.2 7.3 4.4 88
3 1 0 12.8 8.2 4.6 X )

4 1 5 t4 4 .1 79

Case IsG IsM IgA IeD cIq C]
+ +

2 +
3 + + +
4 +
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hlpersensitir iry (Anhus) reaction| 31.
Such hypersensitivity to an inhaled
antigen has been suggested as one of the
causes of the neqotising vasculitis,
Wegener's granulomatosis, although no
an l igen has  )e t  been iden l i f ied [1 ] l .
Sites such as sLin- appendix. cervix.
uterus, and gall bladder are regularly
exposed Io a wide rarieD of anrigenic
material and an Arthus type reaction can
reasonably be proposed as a cause lor
isolated afie tis at these sites. Similarly,
the breasts may be exposed to new
antigens during pregnancy and lacLaLjon.
although the recorded cases of isolated
arleritis in this organ have occured in
middle aged and elderly womeng.
Potentially antigenic material may be
localized in tJre epididymis following
trauma or relrograde llou of urine down
the vas deferens8. In our two cases there
was no hislory of recent (rauma lhal
could e.rplain lhe acule arlerial lesions.
Neither patient complained of urinary
symptoms. bul \\e do nol kno\a \\helher
lhere were retrograde flow ofurine down
the vasa, the likely mechanism of
Iocalisation of antigen 10 the epididymis
il a rype l l l  hypersensitivity reacrion is
entailed in the pathogenesis of the
anerial lesions. fhe
immunohistochemical staining of our
cases wele not, ho\ e\er, conclusive
evidence of an immune complex
mediated disease. The presence of
immunoglobulin and complement in
acule afleri l ic lesions may be due simpll
to passive diflusion of plasma
constituents through arterial walls
damaged by another mechanism.
We hare already noted the histological

similarities between the lesions of
isolated anerit is and polyanerit is nodosa.
Polyade tis nodosa is oonsidered to be
an immune complex mediated disease
and 300o ol patients with the disorder
ha\e circL aling hepatit is B antigenl4.
The positive immunohistochemical
staining for lgM and CJ which ue have
shown in our cases ofisolated arteritis is

sirnilar to the findings of other worke$
in $e acule anerial lesions of
polyaderitis nodosal 1 4] .

This similarity may not have
much signil icance since we have aJreadl
noted that .the finding of
immunoglobulin and complement in
anerit ic lesions dose not prove an
l1nmune complex
pathogenesis.Clinically. l ie i\ o diseases
are strikingl) dil'ferenl. Pol)arteriris
nodosa. if unueared. has a poor
prognosis: dealh. usually resulting from
renal failure or cardiovascular ur
inlestinal complications8. []5l. lsolared
arteritis is often asymptomatic and has
an excellent prcgnosis.

Conclusion
It is important that any patients with
histological evidence of necrotizing
afleri l js should have full cl inicaj,
hematologicai, and biochemical
investigations to exclude systemic
disease because of the clinical
differences between polyarleritis nodosa
and isolated axtedtis.
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Fieure I Histological evidence ofnecrotizing arteritis
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