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Summary. 3LOL PXOWLJHPLQL LV D UDUH KDLU VKDIW GHIHFW 6LPSO\ LW PHDQV WKH
presence of several hairs in a single follicle; each hair has its own inner root sheath
and the hairs are surrounded by a common outer root sheath. Fibrosing alopecia in
a pattern distribution is a distinct type of cicatricial alopecia which is currently clasVL¿HGDVDVXEW\SHRIOLFKHQSODQRSLODULVFKDUDFWHUL]HGE\LQÀDPPDWLRQDQG¿EURVLV
with accelerated hair loss in the distribution of typical male or female pattern hair
loss. We present 25- and 26-year-old brothers with increase hair loss of two years
duration. The clinical and histological examination of the scalp area revealed the
SUHVHQFHRISLOLPXOWLJHPLQLKDLUIROOLFOHVGHIHFWFRPELQHGZLWK¿EURVLQJDORSHFLDLQ
a pattern distribution, involving the vertex area of the scalp in both patients. In our
opinion the hair follicle defect pili multigemeni may have an impact over the pathoJHQHVLVRIWKH¿EURVLQJDORSHFLDLQDSDWWHUQGLVWULEXWLRQLQRXUWZRFDVHV
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INTRODUCTION

P

ili multigemini hair follicles, also called compound hairs, describe a condition where several separate hair shafts arising from multiple divided
matrices and papillae emerging through a single pilosebaceous canal,
each hair has its own inner root sheath and the hairs are surrounded by a common
RXWHUURRWVKHDWK>@7KHKDLUORRNVOLNHDEXQFKRIÀRZHUVWDONVLQDYDVH3LOL
PXOWLJHPLQLLVOLVWHGDVDUDUHGLVHDVHE\WKH2I¿FHRI5DUH'LVHDVHVRIWKH1DWLRQDO,QVWLWXWHVRI+HDOWK
Fibrosing alopecia in a pattern distribution (FAPD) is a newly described variety
RIFLFDWULFLDODORSHFLDFKDUDFWHUL]HGE\LQÀDPPDWLRQDQG¿EURVLVZLWKSURJUHVVLYH
hair loss in the distribution of typical male or female pattern hair loss. Clinically,
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FAPD presents with perifollicular erythema, follicular hyperkeratosis and loss of
IROOLFXODURUL¿FHVLQWKHPLGVFDOSDUHD
The presence of these both entities in the two brothers raises the question of
a cause-and-effect relationship between the two diseases. Pili multigemini is a hair
shaft defect not associated with increased hair falling or hair fragility, but it may play
DUROHLQWKHLQGXFWLRQRIDQLQÀDPPDWRU\UHDFWLRQZKLFKFDQOHDGWRWKHGHVWUXFWLRQ
of the abnormal hair follicle resulting in cicatricial alopecia

CASE REPORT
A 26-year-old young man and his 25-year-old brother were presented to our
department with progressive hair loss of two years duration, mainly from the vertex
area of the scalp, associated with moderate pruritus. Positive family history for alopecia androgenica was reported.
The two patients have been treated with hair growth stimulating products and
minoxidil 5% for many months with no effect.
Physical examination revealed androgenetic alopecia type II according to
1RUZRRG+DPLOWRQFODVVL¿FDWLRQV\VWHPZLWKLQFUHDVHGWHORJHQDQDJHQKDLUUDWLR
In the vertex scalp area there was a decrease in follicular density, perifollicular erythema and perifollicular hyperkeratosis were also observed (Fig. 1 A, B).

Fig.1. (A, B) Two brothers with progressive hair loss, mainly from the vertex area of the scalp

Dermoscopy of the scalp revealed different hair diameters, many velus hairs.
In the vertex area of the scalp we observed follicular hyperkeratosis, dilated capillaries and telangiectasia, skin atrophy and loss of follicular osteum (Fig. 2 A, B).
Dermoscopy from different scalp area of both patients revealed a condiWLRQZKHUHVHYHUDOVHSDUDWHKDLU¿EHUVEXQFKWRJHWKHUDQGHPHUJHIURPWKHVNLQ
WKURXJKDVLQJOHKDLUFDQDO )LJ 
+LVWRSDWKRORJLFDOH[DPLQDWLRQRIWKHDIIHFWHGDUHDVKRZHGDO\PSKRF\WLFLQÀDPPDWLRQWDUJHWLQJWKHXSSHUSRUWLRQRIWKHKDLUIROOLFOH )LJ 
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+LVWRSDWKRORJLFDOH[DPLQDWLRQRIWKHSLOLPXOWLJHPLQLEHDULQJDUHDRIWKHVFDOS
revealed several separate hair shafts, each hair had its own inner root sheath and
was surrounded by a common outer root sheath (Fig. 5).

Fig. 2. A First patient’s dermoscopy of the vertex
area of the scalp revealed pili multigemini, perifollicular hyperkeratosis and erythema, skin atrophy
and loss of follicular osteum, different hair diameters and many velus hairs. Dermoscopy x 10

Fig. 2. B  6HFRQG SDWLHQW¶V GHUPRVFRS\ RI WKH
vertex area of the scalp revealed pili multigemini, perifollicular hyperkeratosis and erythema,
branching capillaries, velus hair, skin atrophy.
Dermoscopy x 10

Fig. 3. Dermoscopy from the temporal area of the
VFDOSSLOLPXOWLJHPLQL'HUPRVFRS\;

Fig. 4. +LVWRSDWKRORJLFDOH[DPLQDWLRQRI¿EURVing alopecia-hyperkeratosis, acanthosis, scatWHUHGO\PSKRKLVWLRF\WLFLQ¿OWUDWLRQLQWHUPLQJOHG
within coarse hyalinized collagen bundles. In
WKH GHHS UHWLFXODU GHUPLV D ¿EURVLQJ WUDFW UHplacing the normal pilo-sebaceous unit is seen.
+(VWDLQ[
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Fig. 5. +LVWRSDWKRORJLFDOH[DPLQDWLRQ±3LOLPXOWLJHPLQLFRPPRQEXOE+(VWDLQ[

Test for serum antinuclear antibody was negative.
Total vitamin D level was much lower than the normal limits in both patients
±DQGQPRO/UHVSHFWLYHO\IRUZKLFKVXSSOHPHQWDWLRQZLWKYLWDPLQ'
was started.
According to the clinical and histological examination the diagnosis of pili mulWLJHPLQL LQ FRPELQDWLRQ ZLWK ¿EURVLQJ DORSHFLD LQ D SDWWHUQ GLVWULEXWLRQ ZDV SHUformed.

DISCUSSION
3LOLPXOWLJHPLQLZDV¿UVWGHVFULEHGE\:)OHPPLQJLQ>@ZKRIRXQGD
WULSOHWKDLULQWKHEHDUGVNLQ7KHQDPHZDVSURSRVHGE\+3LQNXVLQ>@
Pinkus indicated that two to eight shafts may grow from a single follicular matrix and papilla, the upper end of which is split into tips that correspond one-to-one
with each hair shaft.
Multigeminate hairs have been usually found in the beard of an adult and the
VFDOS RI FKLOGUHQ >@ ,QYROYHPHQW RI WKH HQWLUH EDFN RI KHDOWK\ PDOHV ZDV DOVR
UHSRUWHG>@
The exact origin or mechanism of pili multigemini is still unknown. It was suggested that a subdivided papilla produce divided hairs, or multiple hairs may be due
to the partial merging of several papillae, or that the reactivation of silent embryonic
HSLWKHOLDOJHUPVUHVXOWLQPXOWLJHPLQDWHKDLUV>@
The regrowth of multigeminate follicles after the forced extraction of the hair
VKDIWVIURPRQHVLGHRIWKHFKLQZDVREVHUYHG,WZDVVXJJHVWHGWKDWD¿[HGIROlicular malformation with the determining factor might reside within the area of the
GHUPDOSDSLOODH>@
In the anagen phase, a kinetic dermal papilla changes its form from singletipped to double-tipped and produced two hair shafts. The hair shafts emerge

98

Fibrosing alopecia in a pattern distribution...

separately through the same pilary canal - pili gemini. The process is very common, and may be observed both in dysplasias and in normal hair. It has been
UHSRUWHGDVRFFXUULQJLQFOHLGRFUDQLDOG\VRVWRVLV>@DQGLQWKHWULFKRULQRSKDODQJHDOV\QGURPH>@
Less frequently, the papilla splits into four or eight tips producing four to eight
subpapillae which will produce 4 to 8 hair shafts that emerge separately from the
same pilary canal - pili multigemini.
Currently, there is confusion between the terms “pili bifurcati” and “pili gemini”.
When the one papilla changes into two and the hair shafts fuse again,this is called
SLOLELIXUFDWL>@
When the same papilla changes its shape repeatedly during the anagen
SKDVHLWFDQSURGXFHKDLUVKDIWVZLWKELIXUFDWLRQVDWLUUHJXODULQWHUYDOVSLOLPXOWLELfurcati. And, as it is also possible for one of the new papillae to split again in two,
WKHKDLUVKDIWPD\EHGRXEO\ELIXUFDWHGSLOLELELIXUFDWL>@
$QRWKHU VXEMHFW WKDW VKRXOG EH GLIIHUHQWLDWHG IURP SLOL PXOWLJHPLQL LV WKH
tufted hair folliculitis which is a characteristic localized scarring bacterial follicuOLWLV RI WKH VFDOS GXH WR 6WDSK\ORFRFFXV DXUHXV > @ +LVWRSDWKRORJLFDO VWXGLHVUHYHDOSHULIROOLFXODULQÀDPPDWLRQDURXQGWKHXSSHUSRUWLRQVRIWKH IROOLFOHV
VSDULQJ WKH KDLU URRW OHYHO >@ :LWKLQ DUHDV RI LQÀDPPDWLRQ VHYHUDO IROOLFOHV
converge toward a common follicular duct with a widely dilated opening. While
the pathology of pili multigemini shows that deep in the skin several dermal
SDSLOODVDUHFORVHO\VLWXDWHGZLWKHDFKSURGXFLQJD¿EHULWVKRXOGEHQRWHGWKDW
these separate hair follicle bulbs combine together into one hair canal towards
the skin surface.
)LEURVLQJDORSHFLDLQDSDWWHUQGLVWULEXWLRQLQLWLDOO\GHVFULEHGE\06=LQNHUnagel and R. M. Trueb in 2000, is a distinct type of cicatricial alopecia characterized
E\LQÀDPPDWLRQDQG¿EURVLVZLWKDFFHOHUDWHGKDLUORVVLQWKHGLVWULEXWLRQRIW\SLFDO
PDOHRUIHPDOHSDWWHUQKDLUORVV>@
Females are more commonly affected than males. All the effected men
have had preceding male pattern baldness. The histological examination
shows a lymphohistiocytic infiltrate around the isthmus and infundibular region of the hair follicle, concentric perifollicular lamellar fibrosis, sebaceous
gland loss, and lymphocytic interface dermatitis with destruction of the basal
NHUDWLQRF\WHV>@7KHVHKLVWRORJLFDOILQGLQJVDUHLGHQWLFDOWRWKHVHVHHQLQOLchen planopilaris and, thus, FAPD is currently classified as a subtype of lichen
SODQRSLODULV>@
The end result is a reduction in the number of terminal hair follicles by either
the underlying miniaturization process of pattern hair loss or by replacement of folOLFOHVE\¿EURXVWUDFWV
$QWLDQGURJHQWKHUDS\ZLWKPJGDLO\RIRUDO¿QDVWHULGHKDYHEHHQVKRZQWR
FDOPGRZQWKHSURJUHVVLRQRIKDLUORVVDQGGHFUHDVHWKHVFDOSLQÀDPPDWLRQZKLFK
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have led to the suggestion that androgens may play a role in the pathogensis of
)$3'>@
5HJUHWWDEO\RXUWZRSDWLHQWVUHIXVHGWREHWUHDWHGZLWK¿QDVWHULGEHFDXVHRI
the possible side effects.

CONCLUSION
In conclusion, we present two brothers with a rare genetic hair shaft abnorPDOLW\±SLOLPXOWLJHPLQLRQWKHVFDOSFRPELQHGZLWK¿EURVLQJDORSHFLDLQDSDWWHUQ
distribution involving the vertex.
Their occurrence in two brothers with increased hair loss raised the question
DERXWWKHUROHRISLOLPXOWLJHPLQLLQWKHLQGXFWLRQRILQÀDPPDWRU\UHDFWLRQDJDLQVW
the abnormal hair follicle, producing the cicatricial pattern of alopecia in patients
genetically predisposed to alopecia androgenetica.
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